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ABSTRACT

The overall aim in this thesis was to describe the lived experiences of children with spina bifida
(SB) and their mothers while living under specific social and cultural conditions in West Bank,
Palestine. A further aim was to gain knowledge about the impact of SB on self-perceived health
and sense of coherence (SOC) among a group of children and adolescents with SB in comparison
to their healthy peers.

Study I and I1 involved narrative interviews with 20 mothers and 10 children, respectively, which
were analysed with the phenomenological-hermeneutical method. Study Ill and IV involved self-
reported questionnaires. The Pediatric Quality of Life Inventory (PedsQL™ 4.0) was used in Study
I11 to assess self-perceived health in 50 children with SB in comparison with 150 healthy children.
In Study 1V, the PedsQL ™ 4.0 and SOC scales were used to assess self-perceived health and SOC
in 50 adolescents with SB in comparison with 150 healthy adolescents. The association between
self-perceived health, SOC and levels of impairment in children and adolescents with SB was also
investigated. The findings in this thesis show that children with SB, their mothers and other family
members were struggling with negative sociocultural beliefs about the disability. Stigmatisation,
political conflict and consequent poor health care services were shaping the daily life experiences
of the children and their families. The lack of knowledge about health care needs of the child with
SB had a true effect upon the mothers’ well-being, and increased their burden. Children with SB
were struggling with social exclusion and seemed to possess a negative self-concept. Children and
adolescents with SB perceived their health to be worse than the health of their peers. SOC was
lower in adolescents with SB than it was in their healthy peers. Levels of impairment in mobility
and hydrocephaly associated negatively with self-perceived health in children and adolescents with
SB, while bladder dysfunction was negatively associated with SOC only among the adolescents.

In conclusion, stakeholders, policy makers, health care providers and educators in Palestine must
be aware of the extent of the burden and suffering experienced by children with SB and their
families. Health promotion and social support for this group of children and their families can be
achieved through the development and implementation of effective policies and strategies, such as
a family-centred care (FCC) approach, within health care systems and rehabilitative practices in
the Palestinian context.

Keywords: Childhood, Disability, Experience, Family, Mother, Palestine, Perceived health,
Phenomenological-hermeneutical, Spina bifida, Stigma, Sense of coherence
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SAMMANFATTNING PA SVENSKA

Det Overgripande syftet med denna avhandling var att beskriva de levda erfarenheterna hos barn
med spina bifida (SB) och deras madrar under de specifika sociala och kulturella forhallandena i
Vastbanken, Palestina. Ett ytterligare syfte var att fa kunskap om SB:s inverkan pa sjalvskattad
hélsa och kénsla av sammanhang (SOC) hos barn och ungdomar med SB jamfort med deras friska
kamrater.

Studie | och Il involverade narrativa intervjuer med 20 modrar respektive 10 barn, vilka
analyserades med fenomenologisk-hermeneutisk metod. Studie Il och IV involverade
sjélvrapporterad data i form av enkéter. Pediatric Quality of Life Inventory (PedsQL 4.0) anvéndes
i studie Il for att bedoma sjélvskattad halsa hos 50 barn med SB jamfort med 150 friska barn. |
studie IV anvéndes PedsQL 4.0 och SOC-13 skalan, for att mata sjalvskattad halsa och SOC hos
50 ungdomar med SB jamfort med 150 friska jamnariga. Associationen mellan sjalvskattad héalsa,
SOC och funktionsnedsattning hos barn och ungdomar med SB undersoktes ocksa. Resultaten i
denna avhandling visar att barn med SB, deras mddrar och dvriga familjemedlemmar kdmpade med
negativa sociokulturella uppfattningar om funktionshinder.

Stigmatisering, den pagaende politiska konflikten och darmed bristfallig halso- och sjukvard,
paverkade barnens och deras familjers erfarenheter. Bristen pa kunskap om barnens behov av vard
och rehabilitering paverkade mddrarnas valbefinnande och ckade deras borda. Barn med SB
kampade med social utestdngning och tycktes ha en negativ sjalvbild. Barn och ungdomar med SB
upplevde att deras halsa var samre an deras jamnarigas halsa. SOC var lagre hos ungdomar med
SB an den var hos deras friska kamrater. Nivan av nedsatt mobilitet och hydrocefali associerade
negativt med sjalvskattad hélsa hos barn och ungdomar med SB, medan blasdysfunktion var
negativt korrelerad med SOC endast bland ungdomarna.

Sammanfattningsvis maste intressenter, beslutsfattare, vardgivare och larare i Palestina vara
medvetna om omfattningen av den borda och det lidande som barn med SB och deras familjer
upplever. Halsoframjande atgarder och socialt stdd till denna grupp av barn och deras familjer kan
uppnas genom utveckling och genomférande av effektiva strategier, sdasom familjecentrerad vard,
inom halso- och sjukvard och rehabilitering i Palestina.
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INTRODUCTION

Research on the experiences of children with chronic illness and disabilities
has increased in recent decades, and it has been documented that conditions
such as spina bifida (SB) have a lifelong impact on the health and quality of
life (QoL) of children (Bakaniene, Prasauskiene, & Vaiciene Magistris, 2016).
Despite advances in treatment, children often experience motor impairment,
paralysis, hydrocephaly, chronic bowel and bladder incontinence, seizures,
orthopaedic deformities, and cognitive and vision deficits throughout their
lifetime (Psihogios, Kolbuck, & Holmbeck, 2015). These consequences can
have a significant and cumulative impact on psychosocial health and the
functioning of families (Copp et al., 2015).

As a paediatric nurse, | have worked with children of all ages. | have provided
information, care, support and guidance to children and their mothers,
including children with SB who were admitted to the hospital for evaluation
and management. My experiences as a hospital paediatric nurse have made me
reflect on the complexities surrounding children with SB and their mothers,
who might have been at risk. | have paid attention to mothers who ask many
guestions and who lack knowledge about their child’s condition. My work has
indisputably brought me closer to them, and | have learned much about the
difficulties they face. Yet, what struck me most about the care provided for
these children is that we often focus on basic hospital care and medical aspects,
with less focus on long-term follow-up care, daily life functioning,
psychosocial concerns and well-being. In the absence of the recognition of
these problems within health care services in Palestine, | felt that it was my
humanitarian duty to highlight these problems.

The present study takes its starting point within health care sciences, via a
holistic approach, by means of describing the lived experiences of children
with SB and their mothers. Knowledge about how life is experienced from an
individual’s perspective is needed to plan for lifetime management and to
customise care interventions throughout the whole lifespan (Ekman et al.,
2011). This thesis offers an opportunity to explore how Palestinian children
with SB and their mothers experience and handle their daily lives. Further, the
thesis investigates the impact of SB on children’s and adolescents’ health and
well-being while living under the specific sociocultural and political conditions
in Palestine.
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1 BACKGROUND

1.1 SPINA BIFIDA

Spina bifida (SB), also called myelomeningocele, is one of the major neural
tube defects (NTDs) and has been described as the most complex birth defect
that can be survived beyond childhood (Liptak, Garver, & Dosa, 2013). SB
involves a split (bifid) in the spinal column that occurs in the fourth week of
pregnancy and results in the protrusion of the meningeal sac with portions of
the spinal cord or spinal nerves (Copp et al., 2015). The sac can occur
anywhere along the spinal column but occurs more frequently in the lumbar
region. The condition causes complex neurocognitive impairment as well as
functional problems in affected individuals that vary in severity depending on
the magnitude and location of the lesion on the spine. The condition can thus
affect the psychological and social profile of sufferers (Hockenberry & Wilson,
2018).

Spina Bifida (Open Defect)

_-Vertebra
T
7 1 = . X
Dura Mater—_ ; 3
g

Spinal Cord —_|

Spinal Fluid —T

Figure 1. SB open defect (Retrieved from www. healthjade.com/spina-bifida).

The aetiology of NTDs is still debated. The most important and well-known
risk factor associated with SB is folic acid deficiency in mothers (Wilson et al.,
2015). Other suggested factors include geographic variations, consanguineous
marriage, genetics, nutritional, environmental and teratogenic factors,
gestational diabetes, maternal age, obesity and anticonvulsant drugs (Copp et
al., 2015).
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Over the last two decades, the incidence of SB has dropped significantly in
many countries, probably due to improved maternal diet, pre-conception folic
acid supplementation and improved antenatal screening (Youngblood et al.,
2013). However, elective termination of pregnancy makes it difficult to
ascertain the actual incidence of SB (Jenkinson et al., 2011). The worldwide
prevalence of SB ranges from 10-100 per 10000 live births, and more than
300,000 cases are estimated to occur annually (Au, Ashley Koch, & Northrup,
2010). Many of these cases occur in less-developed, low-income countries in
Latin America, Africa, Asia and the Middle East, including Palestine (Fonseca,
Raskin, & Zugaib, 2013).

1.1.1 GROWING UP WITH SPINA BIFIDA

Babies born with SB typically undergo neurosurgery to close the defect and
prevent further infection and damage (Trudell & Odibo, 2014). Advancements
in surgical repair have decreased the mortality and morbidity rate of affected
individuals. Today, patients with SB have an almost normal life expectancy
(Vande Velde et al., 2016).

These patients present a wide spectrum of motor and sensory impairments that
vary in nature and severity. The primary functional deficits are lower limb
paralysis, sensory loss, bladder and bowel dysfunction, hydrocephaly and
some cognitive deficits (Copp et al., 2015). Patients with SB require ongoing
neurosurgical and medical attention (Greenley, 2010). Thus, despite
advancements in surgical repairs, children grow up with serious physical and
neurocognitive conditions (Dicianno et al., 2008).

Although children with SB often display average intellectual functioning, they
are at risk of learning problems (Vinck et al., 2010). A previous literature
review of the cognitive phenotype showed poor executive skills in children
with SB as well as difficulties in perception, language, literacy, attention,
memory and numeration (Dennis & Barnes, 2010). They often experience
delayed and limited self-care, participation in daily life and autonomy (Peny-
Dahlstrand, Krumlinde-Sundholm, & Gosman-Hedstrom, 2012).
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Figure 2. A flow chart about the problems associated with the SB defect (myelomeningocele).

1.1.2 IMPACT OF SPINA BIFIDA ON CAREGIVERS

The increasing survival rate of children with SB poses a global challenge to
health care systems to meet the physical and psychosocial needs of these
children and their families (Sawyer & Macnee, 2010). The complex
consequences of SB have implications not only for the affected children but
also for their parents and other family members (Holmbeck & Devine, 2010)
severely impacting their health and social lives; this is especially true for
mothers, who take an active role in managing their children’s care (Ong,
Norshireen, & Chandran, 2011). While mothers can develop special
competences in managing their children’s care, their caring role is undervalued
(Ryan, 2015). Previous studies have explored the mothers’ feelings, as mothers
often experience more intense feelings and psychosocial stress than do other
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family members (Ong et al., 2011). In Coughlin and Sethares (2017) study,
mothers of children with chronic illness and/or disabilities exhibited significant
feelings of fear, guilt, self-blaming and sorrow. The mothers’ need for
continuous support was emphasised because of the serious demands placed
upon them and other family members (Bannink, Idro, & van Hove, 2016).

It is known that the stigma of disability, particularly in developing countries,
can affect the psychosocial health and well-being of children with SB and their
families (Lang, Kett, Groce, & Trani, 2011; Lindsay, 2014), placing them at
risk of social exclusion (Rofail et al., 2012). Accordingly, evaluating the
psychosocial aspects of children and their families has recently been
emphasised (WHO & Unicef, 2012) to promote their rights, health and
functioning (UNCRPD, 2006).

1.1.3 HEALTH CARE MEASURES OF CHILDREN
WITH SB

Management of children with SB requires a multidisciplinary approach
involving a clinical nurse specialist or nurse practitioner; paediatric specialists
in neurosurgery, orthopaedics, urology, developmental paediatrics and
physical medicine; physical therapists; orthotists, psychologists and social
workers; and health education professionals (Burke & Liptak, 2011).
Achieving optimal functioning in children with SB involves the coordination
of care and a flexible and dynamic partnership between clinicians, parents and
children (Hockenberry & Wilson, 2018).

Nurses play an important role in caring for children with SB and in assessing
parents’ ability and willingness to nurture and care for these children. The
nurse coordinator participates in a number of intervention strategies to prevent
long-term disability, such as performing neurological assessments and dealing
with orthopedic, urinary and bowel complications (Dunleavy, 2007). Bladder
function can be improved by the early introduction of clean intermittent
catheterization (CIC) and by teaching families and children (when older) about
the technique (Hockenberry & Wilson, 2018). Bowel management requires a
regular toilet-training programme early in development to help the child
develop and maintain regular bowel movements. Hydrocephaly is controlled
by assessing and detecting early signs of shunt failure and by teaching the
family about these signs (Burke & Liptak, 2011). Early orthopedic assessment
and physiotherapy are also important to maintain the strength and flexibility of
muscles and to prevent deformities.
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1.2 DISABILITY

Disability can be viewed as a complex phenomenon, not just a health problem.
It can be defined as ‘individual loss or abnormality of a body part or
functioning, i.e. physical or cognitive functioning” (WHO, 2011) which has a
substantial and long-term adverse effect on the individual’s ability to carry out
normal day-to-day activities (Richardson, 2010). Disability is also defined as
impairment (a problem in body function), activity limitations (difficulty to
perform action), and participation restrictions (difficulty to be involved in life
situations) (Leonardi, Bickenbach, Ustun, Kostanjsek, & Chatterji, 2006).

Disability can also be explained from the perspective of the socio-ecological
model, which distinguishes between the impairments people have and the
harassment they experience as a result (Shakespeare & Watson, 2001). This
indicates that impairment is becoming a disability through the experience of
‘structural oppression; including stereotypes, socio cultural attitudes,
bureaucratic hierarchies, political and economic status, and all that is relating
to how society is structured and organized’ (Thomas, 2010, pp 42-43).

Worldwide, people with disabilities face challenges related to poor health
outcomes, as well as economic and social disadvantages. This is partly because
they experience barriers in accessing health, education, employment and
transport services. These difficulties are expected to be worse in developing
and low-income countries, such as Palestine (Jarar, 2009). The children’s right
to be free from discrimination and social isolation has not yet been achieved,
despite the United Nation’s (UN) convention on the rights of children with
disabilities in Palestine (UNICEF, 2016).

1.3 THE PALESTINIAN CONTEXT

Children with chronic illness and disabilities experience different situations
across societies due to variations in sociocultural issues, health care provisions,
rehabilitation systems, religions and family dynamics (WHO, 2011). To
understand the experiences of children with SB and their families in West
Bank, Palestine, the context in which they live should be explored.

Palestine has been under Israeli control since 1948. Today, Palestine can be
described as a state geopolitically segregated into two zones: the West Bank
(including East Jerusalem) and the Gaza Strip. Palestine’s current estimated
population is 4.74 million, 2.89 million of whom live in the West Bank, while
1.85 million live in Gaza. The majority of the Palestinian population are young:
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children aged 0-14 comprise approximately 39% of the population (Palestinian
Central Bureau of Statistics, 2016).

1.3.1 POLITICAL ISSUES IN PALESTINE

The protracted political conflict (Israeli—Palestinian conflict) in the state of
Palestine is considered a serious threat that affects several aspects of life of the
Palestinian population (Giacaman et al., 2009). Yet, despite the establishment
of the Palestinian Authority (PA), as outlined in the 1994 Oslo Peace Accords,
the full governance and control of the land, borders, basic resources and water,
as well as people’s movement and many other social determinants of health,
are still lacking (Giacaman et al., 2009).

The PA faces a variety of significant challenges due to the ongoing political
conflict and economic instabilities, which have caused difficulties in building
the basic infrastructure of the state. Severe political pressure, siege and the
construction of the annexation wall by the Israelis have imposed serious
constraints on the Palestinian people, consequently impacting their health,
education and socioeconomic status as well as depriving them of their basic
human rights (Isaac & Hilal, 2011).

1.3.2 THE FAMILY WITHIN THE PALESTINIAN
CONTEXT

The family is the ‘basic social unit in traditional and contemporary Arab
society’ (Barakat, 1993, p. 23); in Palestine, it is the core social institution.
Arab culture greatly influences Arab families’ lives, as does the Islamic faith.
Cultural beliefs of loyalty, cohesiveness and solidarity to the family in Arab
societies stem from Islamic religious beliefs and are considered a source of
strength, protection and security for all family members, including mothers and
children (Hanan et al., 2009). Whilst it is true that the contemporary Arab
family unit has been influenced by current political and economic
developments and is progressively moving to a nuclear form — at least in urban
areas — the links between extended families remain strong and important
(MacGregor & Godfrey, 2011).

Traditional families in Arab societies are highly patriarchal, characterised by a
sexual division of work and by men’s power over women. The strongly
gendered social roles in Palestine increase the burdens placed on women in
many aspects of life. Mothers in Arab society are typically the primary
caregivers of children, while fathers tend to be less involved with childcare
responsibilities (Hasnain, Shaikh, & Shanawani, 2008). Further, mothers tend
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to tolerate and accept social blame for and negative social attitudes about
giving birth to children with disabilities (Crabtree, 2007).

That said, Arab families are not, of course, all identical. Recent changes in
family structure have contributed to the democratisation of husband-wife and
father—children relationships. According to Barakat (1993, p23), women’s
education and employment contributes to the transition towards democratic
relations inside the family. Increasingly, the father’s role is changing to one
that is more involved in the family and shares authority and responsibility with
other family members. Yet, the family remains patriarchal and hierarchical in
structure.

1.3.3 ISLAM AND SOCIOCULTURAL ATTITUDES

Islam is a crucial factor in all aspects of Palestinian life, as 94% of the
population is Muslim (Giacaman et al., 2009). In Palestine, as well as in most
Arab Muslim countries, religious, cultural and political forces are often
intimately entwined in the formulation of people’s beliefs.

As Hasnain et al. (2008) described, the main aspects of Islamic principles of
disability are justice, equality and non-discrimination. It is indicated in the
Quran that a Muslim’s worth is not based on physical or material
characteristics but rather on piety, faith, prayer and adherence to Islam’s
obligations to the best of one’s ability. Islamic education encourages Muslims
to care for people with disabilities, to handle their affairs, to be kind to them
and to treat them with dignity. Therefore, Muslim families are required to care
for their children with chronic illness or disabilities, to have patience and to
endure pain as a sign of strong faith, asking for God’s mercy and forgiveness.

Although Islamic principles urge Muslims to care for people with disabilities,
negative traditional attitudes can influence people’s beliefs and behaviours.
Some traditional attitudes view disability as being the result of sins and
mistakes committed by a family member in a previous life or as a punishment
from God (Hasnain et al., 2008). Therefore, some parents prefer to hide their
disabled children from society or avoid seeking care and governmental
services due to fear of humiliation, stigma and disgrace, leading to unnecessary
suffering in children and their families (Burton, Sayrafi, & Srour, 2013). Few
efforts have been made by Muslim societies to improve this situation on a
national level, and most approaches for challenging the stigma of disability
were originally developed and adapted for Western developed communities
(WHO, 2011). Khamis (2008) argued that there has been a gradual reduction
in stereotyped perspectives on children with disabilities (CWDs) in Palestine,
likely due to the increased number of CWDs as a result of the ongoing conflict
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with Israel. Caring for these children has become a national responsibility, as
they have been depicted as strugglers and have attained a martyrdom status.
However, Burton et al. (2013) emphasised that reducing social stigma will
require much more effort by the PA, because martyrdom disabilities will not
put an end to the social discrimination of people with other disabilities.

1.3.4 DISABILITY IN THE PALESTINIAN CONTEXT

Current statistics about people with disabilities in the West Bank indicate that
seven percent of the population, or 202,000 individuals, are living with some
kind of disability. The prevalence of disabilities among children aged 0-17
years is 1.6%; this means that 47,000 children currently live with severe forms
of disability in the West Bank (Palestinian Central Bureau of Statistics &
Ministry of Social Affairs, 2011). The PA is working to improve the lives of
people with disabilities, particularly children, by establishing a special
department to follow and resolve relevant issues under the umbrella of the
Ministry of Social Affairs and by the ratification of an international convention
of rights of persons with disabilities on April 2, 2014. Yet, practical evidence
reveals major implementation setbacks (Jarar, 2009).

UNICEF (2016) studies in Palestine have reported that meeting the needs of
people with disabilities is still lacking, with the right of full access to health,
schools, social inclusion and other aspects of society not yet being achieved.
The latest census of disabilities showed that 38% of CWDs have never enrolled
in school, while 34% have dropped out of school; further, 87% of those of
working age are unemployed. It was also reported that 74% of disabled persons
with mobility issues suffer from lack of access to public services (Palestinian
Central Bureau of Statistics & Ministry of Social Affairs, 2011).

CWDs worldwide face challenges of discrimination and violations of their
right to healthcare, education and even survival, thereby undermining their
social inclusion (WHO, 2011). Palestinian CWDs are facing a particularly dire
situation, as they live in an area prone to violence and political conflict.
According to the UNICEF (2016) report, the protracted political conflict and
cultural stigma in Palestine were identified as major obstacles to promoting the
rights of CWDs. Further, Burton et al. (2013) argued that protecting children
from violence and changing social attitudes towards disability are urgently
needed in Palestine.

1.3.5 HEALTH CARE SYSTEM IN PALESTINE

There are four major providers of health services in Palestine: (1) the Ministry
of Health (PMOH) provides primary, secondary and tertiary health services
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and purchases advanced health services from domestic and foreign providers ;
(2) Palestinian non-governmental organisations (NGOs) provide primary,
secondary and some tertiary services; (3) the United Nations Relief and Works
Agency (UNRWA) provides primary care services for refugees and can
purchase services for hardship cases; and (4) the private sector, which provides
the three levels of care through a variety of specialised hospitals and
investigation centres (Mataria et al., 2009). However, effective communication
and coordination between these different sectors are lacking, as are the services
provided for children with mental health issues or disabilities (Waterston &
Nasser, 2017).

1.3.6 REHABILITATION SERVICES

In 1991, the disability sector in Palestine began transitioning from traditional
ways of caring for CWDs (i.e., charitable, medical and religious obligations)
to community-based rehabilitation (CBR) services (Giacaman, 2001). The aim
of CBR is to empower people with disabilities to access health, education,
employment and social services with equal rights to social opportunities
(UNICEF, 2016). Further, CBR seeks to change cultural attitudes, ensure
social integration, improve capabilities and promote the independence of
CWDs (Burton et al., 2013; Eide, 2006). The main CBR services include home
visits, exercise training in the home environment, and teaching and supporting
CWDs and their families to help them take a leading role in the rehabilitation
process. CBR providers take responsibility for communication and
coordination with the local government and private rehabilitation centres to
arrange for children’s admission and follow-up care when needed (Nilsson &
Quitteina, 2005).

However, CBR strategies face challenges that are mainly linked to political
conflict and its consequences; these challenges prevent the PA from extending
CBR services to broader communities. Consequently, the services are limited
to a few urban areas, which means they are not available for all families.
Further, CBR programmes give priority to conflict-related physical
disabilities, such as spinal cord injuries, which in turn decreases opportunities
for children with other types of disabilities to benefit from these services
(UNICEF, 2016).

The accessibility of CBR services is another challenge. Although all CWDs
are given free health insurance for CBR services, access to health care is still
lacking. Recent studies in Palestine have shown that 50% of families with
CWDs lack knowledge about disability-related forums and opportunities for
their children to benefit from CBR services (UNICEF, 2016). While the CBR
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programme covers 45% of all local communities in Palestine, the total number
of CWDs served is limited. The current statistical evaluation indicates that only
1,412 people are enrolled in the programme’s services. It was suggested by the
UNICEF (2016) report that successful implementation of the CBR programme
requires unified effort by CWDs, their families, communities, governmental
and non-governmental health, education and social services.

1.3.7 PERSONAL COMMUNICATION WITH NURSES
IN THE REHABILITATION CENTRE

Given the importance of nurses’ participation in decision-making and their role
in improving health care services (Gazarian, Henneman, & Chandler, 2010), |
found it valuable to communicate with some nurses in one of the major
rehabilitation centres responsible for providing services to patients with SB.
The main aim of the discussion was to gain knowledge about the provision of
care and the nurses’ role in caring for children with SB in Palestine. Knowledge
gained from these personal communications is exemplified in the following
short summary:

‘Currently there is no specific rehabilitation centre for children
with SB in Palestine, although we provide them with the needed
services as much as possible when they are admitted to our
centre. Children born with SB will be transferred to our centre
for registry. The family will meet the specialist, who will give
them explanations about the child’s condition, discuss with
them the future investigations, therapies and surgeries for the
child. In the previous years and before the first intifada (1987),
we had a structured rehabilitation programme with well-trained
staff to address the specific needs of the patients with SB and
enhance their daily lives. The programme was donated from the
Swedish Diakonia to cover nearly all children with SB in the
West Bank. However, this programme was not sustained long
due to the increasing number of spinal cord injuries in the
intifada, which has shifted our efforts to promoting the lives of
injured youth who are increasingly admitted to our centre. Then,
the donation was stopped, and the PA could not provide the
centre with the needed facilities as before’.

‘We do know that SB is a life-long process, and its burdens can
never be carried by the families nor by the present centres.
Caring for these children requires the collaboration of all parties
concerned in the community to meet the huge needs and costs
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of care for these children. Today we have few beds for children
with SB who are transferred here from the CBR services for
learning about CIC or bowel training when they reach the age
of seven years. We also receive children who need mobility
rehabilitation, physiotherapy and occupational therapy, as well
as patients with serious complications’.

These nurses showed concern about the current services provided for children
with SB and their families in Palestine. They also emphasised the importance
of collaboration with the CBR staff to exchange experiences and obtain
knowledge about CBR services in order to improve the children’s conditions
and maintain their health.

1.4 CENTRAL CONCEPTS

This thesis elucidates three overarching constructs. The first is the core block,
which concerns lifeworld experiences. The second important construct is the
theory of family-centred care (FCC), which may promote the caring paradigm
among children with SB and their families. The third relevant construct in this
study assessed how children with SB perceive their health by incorporating
self-perceived health and sense of coherence (SOC).

Stigmatisation is a key component in this thesis insofar as it affects the
lifeworld experiences of children with disabilities and their families. The threat
of potential stigmatisation can complicate the promotion of health and well-
being for children with SB and their families. In the following section,
lifeworld experiences, family-centred care, self-perceived health, SOC and
stigmatisation will be explored both in general and in relation to children with
SB and their families.

1.4.1 LIFEWORLD EXPERIENCES

Edmund Husserl (1859-1938), philosopher and founder of phenomenology,
introduced the concepts of subjectivity and ‘lifeworlds’, with the latter
referring to meaning structures in which all individuals live unreflectively in a
common world (Todres, Galvin, & Dahlberg, 2007). This means that we
experience the everyday world through a ‘natural attitude’, an attitude in which
we judge — and have already made judgements — about the existence of
phenomena (Lindseth & Norberg, 2004). Husserl asserted that a human being
is an indivisible whole, i.e., there is no subject—object split, but there is a
subject—object correlation (Behnke, 2011).
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Merleau-Ponty’s argument, based in an ontological understanding of the
lifeworld, indicated that human beings are in the world as ‘flesh’, and that a
body is a prerequisite for being in the world (Merleau-Ponty, 2004, p 95). The
phenomenological mission of Husserl was further expanded by Heidegger
(1889-1976), who moved the focus from consciousness to existential and
interpretive dimensions to reveal the hidden meaning of phenomena and
explain the experience of ‘being in the world’ (Finlay, 2012).

Husserl’s phenomenological understanding of ‘lifeworld” was articulated in
five elements: embodiment, temporality, spatiality, intersubjectivity and mood
(Hemingway, 2011). Embodiment refers to the assumption of a lived body —
the way a body is experienced. Further, individuals ‘have not” merely a body
but also ‘are’ their bodies. Bodies are main anchors and homes in life, i.e., they
give us our direction and access to life. Extending this assumption, any
alteration related to the body affects both one’s lifeworld and opportunities for
realising life. Temporality refers to how time is experienced rather than to
objective time, while spatiality concerns how places and spaces are
experienced. Intersubjectivity signifies relatedness to other people and how
lived relations constitute experiences of the lifeworld, as a man is not an
isolated island, but is instead constantly in communion with other humans.
Mood refers to how the world is received and perceived from an individual’s
perspective. These elements are closely intertwined, which means that the
concept of lifeworld is complex and dynamic, i.e., its horizons constantly
broaden as we accumulate new experiences, in both health and illness, as well
as in encounters with other individuals and with situations or challenges. A
child with SB or another disability lives in the world with a disrupted body,
which in turn affects his or her lifeworld and all its elements.

1.4.2 FAMILY-CENTRED CARE

The philosophy of family-centred care (FCC) was first described by Florence
Blake (1954), who highlighted the crucial role of the family in children’s care.
Providing FCC means that clinicians incorporate into caregiving the
knowledge that a family is a constant in children's lives and should therefore
be involved in the caring process to promote the physical, emotional and
psychological development of children and to achieve higher quality of care
(Harrison, 2010). It is thus important to understand how families adapt when
their children fall ill or become disabled (Harrison, 2010).

The core tenets of FCC include open communication and collaboration with

clients and families in making decisions about care policies and services that
will fit the family’s needs and preferences in light of their cultural beliefs and
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traditions. To support the family’s strengths, both clients and families should
be treated with dignity and respect, and each family’s uniqueness should be
understood (Arango, 2011). In the context of the child’s disability, FCC
strategies include understanding the needs of the whole family to encourage
their potential and promote empowerment (Barbosa, Balieiro, & Pettengill,
2012). Knowledge about how life is experienced from an insider’s perspective,
i.e., from the perspective of children with SB and their family members, and
how SB impacts their daily lives is a prerequisite for understanding what care
and support is needed for these children and their families. Antle,
Montgomery, and Stapleford (2009) emphasised the vital need for shared
management of disability-related issues in children with SB in relation to client
and family realities and to professional standards and goals.

1.4.3 SELF-PERCEIVED HEALTH VERSUS HEALTH-
RELATED QUALITY OF LIFE

The World Health Organisation (WHO) introduced the basis for the definition
of health in 1948 as a state of complete physical, mental and social well-being,
not merely the absence of disease or infirmity (Karimi & Brazier, 2016). A few
decades later, the concept of quality of life (QoL) emerged as an important
outcome of health care (Elkinton, 1966). QoL is a broad and multidimensional
construct covering all aspects of human life, including health, which makes it
vague and difficult for use as a constant measure of health. Further, the lack of
a unitary definition of QoL may lead to inconclusive findings (Bratt & Moons,
2015; Tennant, Pearce, Bythell, & Rankin, 2010).

Given that QoL is a subject of debate in the field of health and health care
systems, a distinction has been made through the use of health-related quality
of life (HRQoL) to improve patient health and well-being and to evaluate the
effectiveness of health care (Lin, Lin, & Fan, 2013). In recent years, there has
been growing interest in measuring patient reported outcomes (PRO),
including HRQoL, that generally relies on the patient’s subjective perception
of health and functioning (Fayers & Machin, 2013). In WHO’s International
Classification of Functioning and Health (ICF) (World Health Organization,
2001), health and health-related domains are described as changes in body
function and structure, i.e., what a person with a health condition can do in
their usual environment (their level of performance). These domains are
classified from the individual and societal perspectives by means of two lists:
a list of body functions and structures, and a list of domains of activity and
participation.
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Currently, measures of HRQoL are usually more appropriately named
measures of self-perceived health or self-reported health (Karimi & Brazier,
2016). In measuring self-perceived health in children, it is important to decide
which approach to take, the broad multidimensional concept of health
conditions and QoL, or the narrow definition of health-related functional
dimensions, which include functional status and health perception (Wallander
& Varni, 1998). This thesis used the latter approach to health and sought to
measure physical, emotional, social and school functioning as designed in the
23-item Pediatric Quality of Life Inventory (PedsQL™ 4.0) Generic Core
Scales (GCS) (Varni, Burwinkle, & Seid, 2005).

1.4.4 SENSE OF COHERENCE

The medical sociologist Aaron Antonovsky introduced salutogenic theory,
which explores an individual’s capacity to manage stress. Antonovsky (1979)
tried to answer the (salutogenic) question: Why do some people, regardless of
major stressful situations and severe hardships, stay healthy, while others do
not? In response, he introduced the concept of sense of coherence (SOC) and
claimed that life experiences shape one’s SOC (Eriksson, Lindstrom, & Lilja,
2007). As the core of salutogenic theory, SOC may be viewed as part of
resilience (Olsson, Hansson, Lundblad, & Cederblad, 2006). Antonovsky
formulated a movement towards good health in terms of SOC, one which
would enable people to manage tension and both identify and activate their
social and psychological resources. The basis for the salutogenic perspective
is an individual’s childhood and social, historical and cultural context, in
addition to genetic and environmental conditions. People with a low SOC have
been found to experience more psychosocial stress compared to those with a
higher SOC (Eriksson & Lindstrom, 2008).

Generalised resistance resources (GRR) is another important concept in
salutogenic theory, one which provides individuals with sets of meaningful
resources and coherent life; GRR is also about the power one has to fight
against psychosocial stress (Antonovsky, 1979). Examples of GRR are cultural
stability, coping strategies, engagement and social support. These resources are
expected to develop a strong SOC, one which reflects the ability to cope with
stressful situations. A person with a strong SOC has the ability to find
appropriate solutions to specific stressors and can successfully resolve
conflicts through adaptability.

Antonovsky claimed that the ways in which people view their lives have a

positive influence on their health (Nilsson et al., 2010). Salutogenic theory
gives a global orientation to view the world and the individual environment
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with three components: (1) comprehensibility, which refers to the extent to
which perceived stimuli are confronted as consistent, structured and clear; (2)
manageability, or the extent to which one perceives that the resources at his or
her disposal are adequate to meet life’s demands; (3) meaningfulness, which
refers to the extent to which one feels that life makes sense emotionally
(Eriksson et al., 2007). The 13 items presented in the SOC-13 scale were built
on the conceptualisation of these three components. Measuring SOC in
adolescents with SB could reveal their ability to cope with their illness and
disability in the Palestinian context.

1.4.5 STIGMATISATION

The concept of stigma, originally derived from the influential work of Erving
Goffman, can be defined as ‘an attribute that is deeply discrediting” (Goffman,
1963, p 3-4). This attribute can link a person to an undesirable stereotype and
thereby cause disgrace: ‘A stigmatized individual is the one who is disqualified
from full social acceptance’ (Goffman, 1963, p 3-4). Stigmatisation is often
viewed as a social construct that identifies a group of people by attributing to
them some distinguishing characteristics. It is also viewed as a specific case of
prejudice (Jones, 1984). Stigma is composed of two fundamental elements: the
recognition of a difference based on distinguishing characteristics, and the
consequent devaluation of the stigmatised person (Major & O'brien, 2005).

According to Stuber, Meyer, and Link (2008) stigmatisation is a complex
phenomenon that encompasses people’s experiences, interactions between
marginalised and non-marginalised groups, and broader structural and social
phenomena, such as community practices, strategies, programmes, policies
and power relations. In many cultures, people with apparent disabilities are
often stigmatised when they do not meet normative expectations in social
interaction. They are considered different and less valuable, and are labelled as
such. At the same time, people with hidden disabilities might temporarily avoid
stigmatisation (Kamenetsky, Dimakos, Aslemand, Saleh, & Ali-Mohammed,
2016). Given the negative traditional attitudes in Palestinian society towards
disabilities and the potential blame placed on mothers, as described previously,
stigmatisation should be considered a potential threat to the health and well-
being of children with SB and their families.
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2 RATIONALE

The literature provides knowledge about the burden experienced by children
with SB and their family members that is relevant to the level of the
impairment, the social context and the provision of health care services. A high
guality of care is essential to reducing the impact of the disease on health and
well-being. However, knowledge about how children with SB and their
families manage their lives in countries plagued by political conflicts and poor
socioeconomic conditions — like Palestine — is limited.

Similarly, studies on the lived experiences of children with SB and their
mothers in Palestine are also limited. Furthermore, little is known about the
self-perceived health and SOC in children with SB as compared with their
healthy peers. Therefore, the reasons this research was conducted were to
highlight the needs and challenges of children with SB and their mothers, to
generate deeper understanding of living with SB and other disabilities in
Palestine, and to augment nursing knowledge regarding this phenomenon in
the broader context of long-term care.

Increased knowledge generated from this thesis may be beneficial in providing
baseline data about children with SB and their families in Palestine. Further,
the thesis may contribute to the development of health strategies that are
compatible with the specific sociocultural milieu in Palestine.
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3 AM

The overall aim of this thesis was to describe the lived experiences of children
with SB and their mothers in the specific social and cultural conditions of the
West Bank, Palestine. Further, the thesis was intended to generate knowledge
about the impact of SB on the self-perceived health and SOC of a group of
children and adolescents with SB.

3.1 SPECIFIC AIMS

Study I: To illuminate mothers’ lived experiences of having a child with SB in
the West Bank, Palestine.

Study II: To illuminate the lived experiences of children with SB in the West
Bank, Palestine.

Study I1I: (i) to measure self-perceived health in children with SB in the West
Bank, Palestine, and compare them with a healthy reference group and (ii) to
assess potential associations between self-perceived health and impairment
levels in the SB group.

Study IV: (i) To assess self-perceived health and SOC in adolescents with SB
in the West Bank in comparison to the healthy reference group, and (ii) to
assess the potential associations between self-perceived health, SOC and
impairment levels in the SB group.
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4 PATIENTS AND METHODS

4.1 METHODOLOGICAL VIEWPOINT

This thesis employed a multi-method approach to understand the phenomena
under study. A qualitative design (Study | and 1) was chosen based on the
assumption that the social context and sociocultural forces shape people’s lived
experiences, influencing health behaviour, perceptions and health outcomes.

The core methodological approach in the qualitative design (Study | and I1)
was the lifeworld perspective, which employs Husserl (1970) philosophy that
all individuals live in a common world and share experiences. An orientation
towards the complex world and lived experiences of children with SB and their
mothers was the central concern in these studies. Understanding was gained
through interpretation of the subjective experiences of children with SB and
their mothers living in the West Bank, Palestine.

Narrative interviews were conducted in Study | and 1l to collect data from the
mothers and their children, i.e., to elicit views, thoughts, perceptions and
feelings about their lived experiences. Narrative interviews are considered in-
depth, unstructured tools, with specific features that arise from the life stories
of both the participants and the cross-examined situational context. The
narrative is a traditional way of communicating meaningful content, from
which experiences can be transmitted. The main goal of narrative interviews is
to encourage and stimulate the participants to tell the researcher something
about important events in their lives and about the social context (Muylaert,
Sarubbi Jr, Gallo, Neto, & Reis, 2014). This requires the researcher’s skills in
guiding the interview and in formulating the interview questions. An important
collaborative feature appears within this method, since the story emerges from
the interaction, exchange and dialogue between the researcher and the
participants. However, the influence of the researcher in narrative interviews
should be minimal, based on the idea of reconstructing social events from the
point of view of the participants.

Narrative interviews assumes that the perspective of the participants is best
revealed when they use spontaneous language. This facilitates understanding
of people’s subjectivities in the context of the events that they bring to mind
and that they convey in the inter-subjective context of the interview, using their
own expressions (Hollway & Jefferson, 2008). Narratives are not open to
evidence and are considered to be representations and interpretations of the
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world as lived by the participants and, therefore, cannot be judged as true or
false (Muylaert et al., 2014).

The phenomenological-hermeneutical method was chosen in Study I and I1.
This method accommodates the philosophical assumption of qualitative
studies and follows the scientific process of understanding and interpreting the
data. Epistemologically, phenomenological approaches are based on a
paradigm of personal knowledge and subjectivity and emphasise the
importance of understanding subjective experiences. According to Lindseth
and Norberg (2004), to understand human consciousness and actions,
phenomenology must be supplemented by hermeneutics. The
phenomenological-hermeneutical method is an attempt to disclose the world
as experienced by the subject through their lifeworld stories and to generate
interpretations of a phenomenon through the use of the hermeneutic cycle in
the analysis. Thus, interpretation of a text is necessary to understand its
meaning and reveal the phenomenon in question (Lindseth & Norberg, 2004).

In the quantitative studies (Study Il1 and V), self-reported data were gathered
from children and adolescents with standardised health measures — PedsQL ™
4.0 and SOC-13 — to understand and complement how they experience their
life situations and perceive their health and functioning. For the younger
children, self-perceived health was measured with the PedsQL™ 4.0 GCS
inventory in Study IIl; whereas in Study IV, self-perceived health and SOC
among adolescents were assessed with the PedsQL™ 4.0 GCS inventory and
the SOC-13 scale.

4.2 RESEARCH DESIGN

To capture, explain and understand the phenomenon of living with SB in
Palestine, a multi-method approach was used that incorporated both qualitative
and quantitative data. The four studies were descriptive and included the
qualitative phenomenological-hermeneutical approach and a quantitative
cross-sectional design (see Table 1).
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Table 1. Overview of the research design for all studies in the thesis

Design Data collection  Participants Data analysis
Qualitative Narrative 20 mothers of Phenomenological
lifeworld interviews children with SB -hermeneutical
perspective Aged 29-62 years  method
Qualitative Narrative 10 children with Phenomenological
lifeworld interviews SB -hermeneutical
perspective Aged 7-18 years method
Cross-sectional Questionnaire 50 children with Descriptive and
PedsQL™ 4.0 SB comparative

150 healthy statistics

children

Aged 8-12 years

v Cross-sectional Questionnaire 50 adolescents Descriptive and
PedsQL™ 4.0 with SB comparative
SOC-13 150 healthy statistics
adolescents
Aged 13-18 years

SB = Spina Bifida. PedsQL = Pediatric quality of life inventory. SOC = Sense of coherence.

4.3 SETTINGS AND PARTICIPANTS
4.3.1 STUDY | AND lI

The participants were recruited purposefully from the three largest
rehabilitation centres in the north, middle and south of the West Bank,
Palestine, and were contacted by the nurses working in these centres. In total,
20 mothers of children with SB were selected in Study I, while 10 children
with SB (six males, four females) were selected in Study Il. The inclusion
criterion for mothers was that they had a child with SB. The strategy was to
include mothers of different ages and places of residence, and also to cover a
wide range of SB forms and severities in their children. The inclusion criteria
for children in Study Il were that they were aged 7-18 years and had good
communication abilities that makes it possible for them to contribute to the
data. Children were selected purposefully with variations in gender and places
of residence (different districts in the West Bank) as well as a wide range of
SB forms and consequences. Exclusion criteria were a documented history of
learning disabilities or limited cognitive function. None of the initially
contacted mothers and children declined to participate in the studies.
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4.3.2 STUDY Il AND IV

The samples in Study I11 and IV were convenient and involved 200 participants
(50 in the SB group and 150 in the reference group), respectively. The
participants in Study Il were aged 8-12 years, while those in Study IV were
aged 13-18 years. All children and adolescents with SB were selected from the
three largest rehabilitation centres in the West Bank, Palestine. The number of
selected children and adolescents in Study Il and IV were, respectively, 23/26
from the south (Hebron district), 9/11 from the middle (Ramallah district) and
18/13 from the north (Nablus district) of the West Bank. The inclusion criteria
for children and adolescents in the SB group were a confirmed diagnosis of SB
and age within the previously identified groups, while the exclusion criteria
were other medical disorders or cognitive deficits. Nurses working in the
rehabilitation centres identified eligible children and adolescents with SB and
contacted their parents to ask for their participation. The reference group of
healthy children and adolescents were recruited from different primary and
high schools located in different districts in the West Bank. The number of
selected children in Study 111 was 65 from Hebron, 45 from Ramallah and 40
from Nablus; similar numbers of adolescents were selected for Study IV. The
heads of the schools contacted the children and adolescents as well as their
parents in Study Il and 1V. In Study IlI, nurses identified 54 children as
eligible, yet four children declined to participate because they were sick on the
dates on which the study was conducted. In Study 1V, 55 adolescents with SB
were identified, two of whom declined to participate without giving a reason,
while three were withdrawn from the study due to hospital admission for shunt
repair at the time of their scheduled visit to the centres. Thus, 50 participants
ultimately took part in Study 1V.

Table 2. Demographic characteristics of the participants in the four studies

Study Study | Study Il Study 11 Study IV
Participants Mothers | Children | Children | Referen | Adolesc | Referen
of with SB | with SB | ce group | ents ce group
children with SB
with SB
Number 20 10 50 150 50 150
Age group 27-65 7-18 8-12 8-12 13-18 13-18
Age (mean) 41.8 111 10 11 14.6 145
Gender of Male (%) 13 (65) 6 (60) 27(54) | 76(51) | 23(46) | 72 (48)
children Female (%) 7 (35) 4 (40) 23(46) | 74(49) | 27(54) | 78(52)
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Place of Urban (%) 5(25) | 3(30) | 8(16) | 108(72) | 16 (32) | 63 (42)
residency Rural (%) 7(35) | 4(40) | 27(54) | 25(17) | 22(44) | 40(27)
Camp (%) 8 (4) 3(30) | 15(30) | 17 (11) | 12(24) | 47 (31)
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4.4 DATA COLLECTION
441 STUDY IANDII

Data were collected through narrative interviews with participants in their
homes. The interviews were conducted in private, and the participants were
encouraged to speak freely to promote narration. All interviews were audio-
recorded and lasted for 45 to 80 minutes (mean = 60 min.) in Study I, and 30
to 40 minutes (mean = 35 min.) in Study Il. The interviews started by asking
one opening question about the participants’ daily life experiences with SB.
Follow-up questions were asked when needed. Data were collected in Arabic,
transcribed verbatim, and then translated into English.

The participants felt comfortable in their home environments, and privacy was
maintained as much as possible, with distractions, such as interruptions, noise
or other visible activity, kept to a minimum. Mothers were encouraged to speak
freely about their experiences of having a child with SB and were asked broad,
open-ended questions. The opening question was, “Tell me about your
experience of having a child with spina bifida.” Additional follow-up
questions, such as “Can you tell me more about . . .” and “How did you feel
when . . .,” were posed to clarify statements and to confirm the interviewer’s
understanding. The children were asked one broad question: “Could you tell
me about your experience with spina bifida?”” Follow-up questions were asked
that were open-ended, specific and clear. Throughout the study process, the
guidelines for communicating with children (Hockenberry & Wilson, 2003)
were followed to protect the participants, the researcher and the data. These
included giving the participants the opportunity to talk without threat, listening
to them, avoiding sudden gestures and asking clear and specific questions to
allow them to express their concerns and fears. After the interview, the
interviewer made sure that the participants were not distressed and assessed
whether emotional support was needed; the researcher also asked the
participants about how they experienced the interview situation and about their
thoughts and feelings — most of the interviewed mothers and children said that
they found it positive to share their experiences and to have someone listen to
their thoughts. They also felt that they had gained new insights into their own
situation. Appendix I includes the interview guides for Studies I and II.

4.4.2 STUDY Il AND IV

The PedsQL™ 4.0 GCS, Arabic version, was used to collect the data in Study
Il and IV, while the SOC-13, Arabic version, was used in Study IV only. The
PedsQL™ 4.0 GCS consists of 23 items on a 5-point Likert scale. It measures
two dimensions of health: a physical health summary score (Physical
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Functioning Subscale, eight items) and a psychosocial health summary score
(Emotional, Social and School Functioning Subscales, including five items for
each subscale). The instrument is applicable to children and adolescents aged
5-18 years in healthy school and community populations as well as in
paediatric populations with acute and chronic health conditions (Varni et al.,
2005). The Arabic version of the PedsQL™ 4.0 GCS is reliable and valid for
investigating children’s self-perceived health in Arab countries. It possesses
psychometric properties within the range considered acceptable in other cross-
cultural research studies (Abdul-Rasoul, AlOtaibi, AlMahdi, & AlKandari,
2012). The SOC-13, Arabic version, is applicable to healthy school and
community populations as well as to paediatric populations with acute and
chronic health conditions (Eriksson & Lindstrom, 2005). It consists of 13 items
reflecting three dimensions: meaningfulness (four items), comprehensibility
(five items) and manageability (four items). Appendix Il includes the
PedsQL™ 4.0 GCS and SOC-13. The SOC cut-off points in the present study
were arbitrarily divided on the basis of the previous studies (Mendel,
Bergenius, & Langius, 2001): scores of 35-60 were considered low; scores of
61-75 were considered moderate; and scores > 76 were considered strong.

For Studies 11l and 1V, the participants from the two groups and their parents
were first informed about the study; prior to completing the forms, the
procedure, confidentiality and the optional nature of participation were made
known to the participants.

The children and adolescents (Studies I11 and 1V) completed the questionnaire
responses on their own with no assistance, and there were no cases in which a
parent proxy was used in place of an actual subject response. Qualified and
trained nurses working at the rehabilitation centres were present with the
children with SB during the course of completing the forms, which took
approximately 10-15 minutes, while I, or a research colleague, accompanied
the reference groups in schools. For children who demonstrated or indicated
that they had difficulty understanding the questions, the items were read aloud
and explained, and time was provided for the child to record his or her answers.

4.5 DATA ANALYSIS
451 STUDY I AND I

A phenomenological hermeneutical approach, inspired by Ricoeur’s theory of
interpretation (Paul Ricoeur, 1976) and described by Lindseth and Norberg
(2004) was used in Studies | and Il. According to (Paul Ricoeur, 1981),
phenomenological and hermeneutical approaches are mutually interrelated
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such that phenomenology has an intermediate nature that hermeneutics
discloses, and hermeneutics itself cannot be constituted without the
phenomenological condition. This means that the process of interpretation
requires both understanding and explanation in order to construct knowledge
that is valid and can be incorporated to the on going discourse.

This qualitative approach was chosen to explore the phenomenon of living with
SB and being a mother of a child with SB, as described by the mothers and
children. To gain in-depth knowledge of this phenomenon, lived experiences
should be both understood and explained in a scientific way. Accordingly, the
theory of interpretation shifts between two different approaches to the text —
subjective, in order to understand the text, and objective, in order to explain it
by employing various structural analyses (Paul Ricoeur, 1981).

According to Lindseth and Norberg (2004) the phenomenological-
hermeneutical approach involves understanding and interpreting the meaning
of a text through naive reading, structural analysis and comprehensive
understanding. Making the meaning visible requires interaction between the
researcher and the text in a circular, stepwise process, shifting back and forth
between understanding and interpreting to reach a comprehensive
understanding of the phenomenon under study. Naive understanding begins by
reading the entire text several times to obtain an immediate sense and broad
picture of its content. In the structural analysis, each section is read carefully.
Then, meaning units relevant to the aim are identified, abstracted and critically
reviewed in relation to the naive understanding. Meanwhile, categories,
patterns and relations between meaning units were explored to form subthemes
and themes and to formulate the main themes. In this study, preliminary
understandings were discussed before the analysis and were constantly
reconsidered and reflected upon during the entire data analysis and
interpretation process.
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Table 3. Example of the structural analysis in study |

Meaning Unit Subtheme Theme
Itis a misery, I am Resentment against Experiencing negative
always nervous, I can’t  disability self-concept

tolerate myself, I can’t
walk as other children

I’m totally dependent, I = Powerlessness and Experiencing negative
can’t manage my dependency self-concept
incontinence, my

mother help me to deal

with this, even at

school, but when I’m

older who will help me?

I do not use a wheel Struggle with being Experiencing negative
chair, but ’m different self-concept
paralyzed, | cannot run

like other children. I get

angry when they laugh

at me or make fun of

me. Sometimes | cry,

and sometimes | want to

hit them with my

crutches

4.5.2 STUDY Il AND IV

The data were analysed using SPSS statistics software (IBM SPSS Statistics
24, 2016). Descriptive statistics (frequencies, percentages, means and standard
deviations) were used in Study Il and IV to summarise the demographic
characteristics of the study population in both groups. In Study 11, the Mann-
Whitney non-parametric U test was used to compare the total PedsQL™ 4.0
scores between the group of children with SB and the reference group. The
same test was also used in Study IV to compare the total scores of PedsQL 4.0
and SOC between the adolescent group with SB and the reference group. The
associations between level of impairment and self-perceived health in children
and adolescents with SB were determined through the use of a Spearman’s
rank association (rs) test. The same association test was used to investigate the
association between level of impairment and SOC in adolescents in study IV.
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4.6 ETHICAL CONSIDERATIONS

The four studies in this thesis were planned in accordance with the parameters
of the Declaration of Helsinki (World Medical Association 2013). The
Universal Human Rights Declaration (Assembly, 1948), also guided the
studies, as well as the UN Convention on the Rights of the Children (Unicef,
1989). Local permissions to conduct the studies were obtained from the
Palestinian Health Authority, and approval for conducting the research was
obtained from the Research Ethical Review Committee at Al-Quds University,
Palestine.

The scope and participants for this thesis necessarily expose vulnerabilities, as
the population investigated in Studies II, Il and IV were children and
adolescents. Ethical considerations required for studying human beings were
therefore carefully observed. Care was exercised in ensuring that the four
commonly accepted principles of health care ethics derived from Beauchamp
and Childress (2008) — respect for autonomy, nonmaleficence, beneficence and
justice — guided the data collection and presentation of the thesis results.

The participants were informed that participation was voluntary and that all
information would be treated confidentially. Their rights to withdraw from the
study at any time were emphasised, and they all signed consent forms and
agreed to audio recording of the interviews. In Study I, the mothers signed the
consent, while parents of the children in Studies I, 11l and IV were asked to
sign the consent after being provided with written information about the study.
The consent of the children and adolescents who participated was received
before asking for written parental consent.

Children and adolescents are vulnerable groups and demand special
precautions to avoid violating their rights and integrity. Assuring
confidentiality, respect, protection and empowerment of the children is
required throughout the research process. Further, ethical considerations
concerning risks of emotional harm in raising issues related to sensitive matters
were considered. As an interview may evoke painful memories and emotions,
assessment of the participants’ needs for emotional support was undertaken.
Emotional support was given to children once needed, and a psychotherapist
at the rehabilitation centre was available if needed. Children were reminded of
their rights to stop or withdraw from the study at any time. However, none of
the participants required professional help, and | found that my experience as
a paediatric nurse was sufficient to provide support during the emergence of
memories and emotions. During emotional events, | stopped the interviews and
gave the participants time to cry or otherwise express significant emotions.
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5 RESULTS

The main findings from the four studies are summarised and presented, study
by study, in the following sections.

5.1 STUDY |

In this study, the mothers’ stories reflected how they faced challenges in their
life situations and how they were struggling to promote the health and well-
being of their children with SB and other family members. The structural
analysis and interpretation were dominated by the following main theme:
‘From feeling broken to looking beyond broken’. Four interwoven themes
were formulated in condensed descriptions to assemble the subthemes and
convey the meaning of the mothers’ experiences: living with constant anxiety,
living with uncertainty, living with a burden, and living with a difficult life
situation (Table 4).

The mothers in this study felt stigmatised for giving birth to a child with SB,
which affected their emotional status and led to a state of constant anxiety. The
most prominent hardship situations were experienced at the time of diagnosis
and just after the child’s birth, as the mothers lived with fears, worries, blame
and guilt. The mothers also lived with uncertainty about their child’s health
and future life. Their limited knowledge about SB increased their sense of
burden and uncertainty. They were overwhelmed with the critical health
conditions and caring responsibilities concerning their child. Mothers often
experienced social isolation and the need for emotional support. They found
this support within their families, while consolation was found in spiritual and
religious beliefs.

5.2 STUDYI

The structural analysis of the children’s narratives revealed their lived
experiences, as illustrated in the main theme: ‘vulnerability and suffering due
to social exclusion and stigma’. Three themes were formulated in condensed
descriptions to assemble the subthemes and convey the meaning of the
children’s experiences: experiencing negative self-concept, experiencing
vulnerability, and obtaining a sense of security (Table 5). Children shared their
reflections on their self-concept, which were primarily negative. They
described their physical appearance, personal attributes and sense of self
through a series of painful emotions. Feeling dependent was one of the main
difficulties reported by the adolescents, but it was not considered a problem for
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the young children. Some adolescents reported facing difficulties acquiring
independence by managing the clean intermittent catheterization (CIC) and
other health routines by themselves. These threats to self-management and
independence intensified their emotional suffering and negatively affected
their self-concept. They were more occupied than the younger children with
thoughts about the future, and they reported concerns about their education,
future careers, work and marriage.

The children’s experiences of vulnerability were related to negative social
attitudes and environmental barriers, especially at school, which influenced
their feelings about living with stigmatisation. Living with limitations was
illustrated by the children’s problems with accessing buildings and streets,
which were not disability-friendly. The children found it difficult to reach
school or places of recreation appropriate for their age on their own. However,
family and religious beliefs were described as sources of support that promoted
the children’s feelings of security and belonging.
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Table 4. Overview of the main theme, themes and sub-themes in the study of
Palestinian mothers’ lived experience of having a child with SB (Study I).

Main theme From feeling broken to looking beyond broken

Themes Living with Living with Living witha  Living with a
constant uncertainty burden difficult
anxiety situation
Feeling fears Uncertainty Constantly Experiencing

Subthemes and worries. about the meeting social
Feeling child’s health.  challenges. isolation.
blamed and Uncertainty Going italone  Being in need
guilty about the with the of emotional

child’s future  caregiver support
burden Finding
spiritual

consolation

Table 5. Overview of the main theme, themes and subthemes in the study,
children’s descriptions of their experience of living with SB (Study II).

Vulnerability and suffering due to social exclusion and stigma

Themes Experiencing negative  Experiencing Obtaining a sense of
self-concept vulnerability security

Resentment against Living with Belonging within the
Sillaglegles disability stigmatization family

Powerlessness and Living with Belonging with peers

dependency limitations

Struggle with being Risk to body and self

different
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5.3 STUDY llI

This quantitative study assessed self-perceived health in children with SB in
comparison with a group of healthy children. Demographic data were collected
from both groups, as were their answers to the 23 items on the PedsQL™ 4.0.
The mean age for the SB group was 10.0 (SD + 1) years; for the reference
group, it was 11.0 (SD + 1) years. The total mean of the PedsQL™ 4.0 score
scale was 45.5 (= 14.5) in the SB group and 80.8 (+ 12.8) in the reference
group. Self-perceived health was found to be significantly lower for the 50
children in the SB group than it was for the 150 children in the reference group
(p < 0.001) with regard to each dimension: physical health summary score (p
< 0.001) and psychosocial health summary score (p < 0.001). For children with
SB, scores varied among the PedsQL scales. Social functioning had the lowest
mean score (30.5), followed by physical functioning (37.5), emotional
functioning (56.0) and school functioning (62.6), while the range for all the
PedsQL scale scores in the reference group was between 71.7 and 84.5 (Table
6).

No associations were found between demographic characteristics of age,
gender or residency category and self-perceived health in either group. Higher
levels of impairment in mobility and hydrocephaly with shunt were negatively
associated with self-perceived health with respect to total PedsQL score: rs -
0.65 (p < 0.001), rs -0.53 (p < 0.001), respectively. Unexpectedly, no
correlations were seen between the levels of bladder or bowel dysfunction and
self-perceived physical or psychosocial health, despite the generally low
reported scores for the dysfunction.
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Table 6. Comparison of Self perceived health between children with SB and
healthy children (Study I11).

SB Group Reference group
(n=50) (n=150)

PedsQL 4.0 Mean ( SD) Mean (+ SD) p-value**
455 (+14.5) 80.8 (+ 12.8) <0.001

37.5 (+16.6) 84.0 (+ 13.3) <0.001
summary score

49.7 (+ 15.5) 79.0 (+ 14.3) <0.001
summary score*

Emotional 56.0 (+ 17.2) 71.7 (£19.1) <0.001
Functioning scale

Social Functioning 30.5 (£20.8) 84.5 (+18.4) <0.001
scale

School Functioning 62.6 (+ 17.8) 80.9 ( £18) <0.001
scale

SD = standard deviation. PedsQI= Pediatric quality of life inventory

*The psychosocial health summary score is calculated as the sum of the items divided by the
number of items answered on the emotional functioning, social functioning and school
functioning subscales.

**Statistical comparisons were conducted with the Mann-Whitney U test

54 STUDY IV

This quantitative study assessed self-perceived health and SOC in adolescents
with SB in comparison with a group of healthy adolescents. Demographic data
were collected from both groups, as were their answers to the 23 items in the
PedsQL™ 4.0 and the 13 items in the SOC. The mean age for the SB study
group was 14.6 years (SD * 1.6); for the reference group it was 14.5 years (SD
+1.7). The 50 adolescents with SB perceived their health to be lower than that
of the 150 adolescents in the reference group in terms of total PedsQL score (p
< 0.001) and with regard to each dimension: physical health summary score (p
< 0.001) and psychosocial health summary score (p < 0.001).

The total PedsQL™ 4.0 score scale was 54 (SD + 18) in the SB group and 82
(SD % 11) in the reference group. In the SB group, physical functioning had
the lowest mean score (42), followed by the social mean score (45), emotional
functioning (62) and school functioning (71), while the range for all the
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PedsQL scale scores in the reference group was between 70 and 91; the lowest
score was for emotional functioning, while the highest was for social
functioning (Table 7)

The total SOC score was 47 (SD = 5) in the SB group and 55 (SD + 14) in the
reference group. Differences between the two groups were also found
regarding two aspects of SOC: meaningfulness (p < 0.001) and
comprehensibility (p < 0.02). No differences were seen with regard to
manageability, which had a p-value of 0.36 (Table 7). The SOC score was
positively associated with increased scores for self-perceived health in both
groups.

Self-perceived health in the SB group was negatively associated with the level
of impairment in the total score scale. Impairment in mobility was associated
with a value of rs -61 (p < 0.01); hydrocephaly was associated with a value of
rs -60 (p < 0.01); bowel function was associated with a value of rs -38 (p <
0.01); bladder function was associated with a value of rs -17 (p < 0.05). A
negative association was also found between SOC in adolescents with SB and
their impairment level. Bladder incontinence was associated with a value of rs
-42 (p < 0.01), hydrocephaly rs -32 (p < 0.01), impairment in mobility rs -28 (p
< 0.05), and impairment in bowel function rs -27 (p < 0.05).
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Table 7. Comparison of self-perceived health and SOC between adolescents
with SB and healthy adolescents (Study 1V)

Spina bifida | Reference

group group

(n=50) (n=150)
PedsQL 4.0 Mean Mean p-valug***

(= SD) (= SD)
Total scale score 54 (+18) 82 (+11) <0.001
Physical health summary score 42 (£19) 86 (x13) <0.001
Psychosocial health summary score* 58 (£ 19) 81(x12) 0.01
Emotional Functioning scale 60 (x 25) 70 (£ 19) <0.001
Social Functioning scale 45 (£27) 91(x 13) 0.003
School Functioning scale 71 (% 23) 81 (+ 18) <0.001
Sense of Coherence
Total scale score** 47 (£5) 55 (x14) <0.001
Meaning fullness, 4 items 14 (£3) 19 (6) <0.001
Manageability, 4 items 15 (£2) 16 (£5) 0.36
Comprehensibility, 5 items 18 (x2) 20 (£8) 0.022

SD = Standard deviation. PedsQL = Pediatric quality of life inventory. SOC = Sense of

coherence.

* The psychosocial health summary score is calculated as the sum of the items divided by the
number of items answered on the emotional functioning, social functioning and school

functioning scales.

** SOC total scale score is calculated as the sum of the items divided by the number of items
answered on the meaningfulness 4 items, manageability 4 items and comprehensibility 5 items

scales.

*** Statistical comparisons were conducted using the Mann—-Whitney U test.

35



Children with spina bifida and their mothers in Palestine

6 DISCUSSION

In this thesis, a qualitative method was used to illuminate the phenomenon of
the lived experiences of children with SB and their mothers in the West Bank,
Palestine. Further, a quantitative study was conducted to assess self-perceived
health and SOC among children and adolescents with SB in comparison with
healthy peers.

The interview data in the qualitative studies (Study | and Il) provided a range
of shared insights as experienced by the participants from the two studies.
Children with SB and their mothers explored SB-related psychological
distress, challenges in social life and the essential need for care and support.
The feelings, behaviours, social interactions and health conditions of the
mothers and children were illuminated through the interpretation of their
narratives.

The results in Study | were summarised into one main theme, ‘from feeling
broken to looking beyond broken’. This means that a sense of broken feelings
and emotional suffering influenced the mothers for a long time before they
were able to tap into their intrinsic resilient capabilities and decide to look
beyond broken. This result is consistent with a study by Monsen (1999) in
which the lived experiences of mothers when parenting a child with SB were
described as ‘living worried: staying in the struggle’ Monsen (1999, p. 161)
while resilience was seldom reported.

In Study I, the mothers experienced internal stress at the time of the child’s
birth, related to the negative social attitudes and stigma of giving birth to a
child with abnormalities. They lived with constant anxiety and uncertainty for
long periods before they gained the ability to cope with the child’s conditions
and to focus on the child’s health and the future life of the family. The profound
impact on mothers’ psychosocial health and QoL of caring for a child with SB
was described in the longitudinal study of Brekke, Frih, Kvarme, and
Holmstrem (2017) which was conducted in Norway and which indicated that
the burden of care falls particularly on the mother.

In Palestine, it is well known that women are the caretakers of family members
— the sick, older people and people with disabilities. This predefined care-
taking role is sex-linked and is dictated by a patriarchal society (Giacaman,
2001). However, mothers of children with SB often feel restricted by their
parenting role, less competent as a parent and socially isolated. They also
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experience higher stress levels than fathers do (Vermaes, Janssens, Mullaart,
Vinck, & Gerris, 2008).

The mothers’ narratives (Study I) revealed the burden of managing their
children’s care. The mothers felt lonely with the caregiving burden. They faced
difficulties in meeting the emerging needs and challenges of a sick child, the
demands of other family members, the economic burden and the deficient
health and social resources in Palestine. This burden was also associated with
the consequences of SB and the lack of knowledge about SB care. Further,
political factors added to the children’s and their families’ burdens, by
restricting their ability to reach hospitals that provide advanced surgeries and
devices to maintain the child’s health. Furthermore, the CBR models of care
call for increasing the mothers’ burdens (Giacaman et al., 2011), because the
responsibility of caring for the child, although it is family-based, in reality
translates primarily into a responsibility of the mother. Rehabilitation in the
home means that the mother needs to learn yet more skills, to work more with
the child at home and to deal with the child’s daily health and problems. The
mothers and families found that integrating the child into schools and societies,
in terms of time and energy, let alone the financial aspects, is very difficult to
achieve.

The findings in Study | and Il showed how stigma and discrimination against
disabled people represent serious psychosocial stressors for both mothers and
children. The negative sociocultural attitudes prevalent in Palestinian society
place blame on the mothers, viewing them as being responsible for their child’s
abnormality. Consequently, the mothers lived with constant anxiety and
worried about social acceptance and loss of their reputation by giving birth to
a child with SB. The mothers’ worries in relation to family acceptance and
social exclusion are common in other Middle Eastern countries that perceive
disability as a stigma (Hasnain et al., 2008). The impact of stigma on the
mothers was similar to that experienced by mothers in the United Arab
Emirates, according to Crabtree (2007), who explored its potential threat to
marital stability and social standing, which in turn impacts the social inclusion
of disabled children.

The children with SB (Study I1) were also struggling with stigma, particularly
social prejudice and strained social interactions with peers. The children
expressed feelings of embarrassment, secrecy and shame. The findings in
Study Il were summarised in the main theme, ‘vulnerability and suffering due
to social exclusion and stigma’. This means that the children were burdened
by the complexity of SB and its consequences, as well as by the associated
discrimination and social exclusion, which affected their physical and
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psychosocial health and well-being. These findings are in line with those
produced by previous studies that highlighted the impact of stigma on children
with disabilities in different contexts (Cocks, 2008; Connors & Stalker, 2007;
Jahoda, Wilson, Stalker, & Cairney, 2010). Although children with disabilities
in other Arab Muslim countries, as well as in developing and low-income
countries, suffer a similar impact linked to stigma and marginalisation
(Hasnain et al., 2008), the adversity faced by our participants was more
complicated. Children with birth defects in developing countries, like
Palestine, encounter unique illness- and disability-related stressors (WHO,
2011). They might not have the same opportunities that children have in other
countries for habilitation, training, education and counselling, since Palestinian
children are burdened by a protracted political conflict that has overwhelmed
the country’s infrastructure and strained its economy, health care system,
rehabilitation services and service providers (Giacaman et al., 2009).

An important finding in this thesis concerns children’s fears of the stigma
linked to incontinence and the use of CIC in school (Study II). Their fears of
prejudice, rejection and exclusion have led them to hide their incontinence, to
pretend to use bathrooms as their healthy peers do, and to avoid mixing with
others at school. However, the participants’ attempts to hide and/or postpone
the use of CIC in school may be related to their lack of knowledge about CIC
and its importance in preserving renal function. It is therefore vital to discuss
these issues with the children and their families at a young age and to train
them in how to manage CIC early on. Doing so would benefit the children’s
health and reduce renal complications (Fischer, Church, Lyons, & McPherson,
2015). A study by Fischer et al. (2015) found that children who can control
their bladders with only minimal accidents have greater independence and
more opportunities for social participation than children who cannot. Further,
such control can enable them to feel more comfortable, less stigmatised and
more dignified (Fischer et al., 2015; Sawin, Bellin, Roux, Buran, & Brei,
2009).

The children’s negative self-concept, as described in Study I, is an important
and common issue among children with SB. A meta-analysis by Shields,
Taylor, and Dodd (2008) related poor self-concepts among children with SB
to symptoms characteristic of defects, such as incontinence, paralysis and
deformities, which can impact their functioning and interactions with others.
Shields et al. (2008) also reported that children with SB scored significantly
lower than their peers in the domains of global self-worth, physical appearance
and social acceptance.
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The feelings of dependency expressed by the children in Study Il are congruent
with findings by Holmbeck et al. (2003) which revealed that children with SB
are more dependent on adults and are less likely to make independent decisions
than healthy children. Interestingly, independence in Study Il was perceived
differently between the children and the adolescents. The adolescents were
struggling to gain autonomy and were more occupied with their thoughts about
the future than the younger children, who showed satisfactory feelings about
being dependent. These differences can be linked to their stage of
development. Achieving independence is the most important aspect of the
adolescent period and is accompanied by the emergence of other age-related
milestones, including self-awareness, the identification of various needs and
the acquisition of abstract thinking (Helseth & Misveer, 2010).

In this thesis, both mothers and children (Study I and Il) described the family
relations, religious beliefs and spirituality as the most important sources of
support; these sources helped them regain some of their psychosocial well-
being and strength. Children felt attached, safe and secure in their home
environment. Family assistance and support mitigated the mothers’ feelings of
grief, enhanced their psychosocial well-being, fostered their new caring role
and allowed them to face negative social attitudes and cope with their child’s
difficult condition. The previously mentioned study from the Middle East
emphasised that mothers’ and children’s ability to cope with disability-related
conditions is connected to the supportive role provided by the family and to
the influence of religious beliefs (Crabtree, 2007).

The systematic literature review conducted by Bakaniene et al. (2016)
suggested that family functioning, social support and resilience are significant
factors that can ameliorate the impact of SB on children’s health. These results
agree with those generated by Antle et al. (2009); in their study, the importance
of the FCC model of practice in paediatric rehabilitation for strengthening and
empowering children with SB and their families was emphasised. FCC is
usually offered by a multidisciplinary health care team that works to promote
physical, emotional and psychosocial development in families. It is essential
that this approach ensures that the services provided are appropriate for the
family’s culture and traditions, and that support is provided to sustain the
resources within the family unit.

Both the mothers and the children in Studies | and Il showed a sense of
spirituality that seemed to help them to improve their abilities to deal with the
complex conditions of SB. It is apparent that patients suffering from chronic
iliness and disability, and facing uncertainty as to the course of their lives,
could potentially benefit from spiritual reflection (Naghi, Philip, Phan,
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Cleenewerck, & Schwarz, 2012). Indeed, spiritual exploration and practices in
daily life are often connected with religion, which provides a structured
environment for spirituality. Religions are based on the existence of a higher
power and the healing properties of spiritual experiences (David, 2008). The
mothers and children in Studies | and Il possessed awareness and appreciation
of something beyond human faith — belief in God or a higher power that is in
control. This discovery of a meaning in life through spirituality afforded the
mothers and children a source of support.

This thesis highlights the multitude of issues in the Palestinian context that
impact the health and psychosocial conditions of individuals and that burden
children with SB, their mothers, and their family members. That said,
according to Study | and 11, children with SB and their mothers benefit from
family support and religious beliefs, and yet there are other contextual issues
in Palestine that complicate their experiences. These issues include economic
hardship, lack of social resources and rehabilitation services, environmental
barriers, unattainable inclusive education, restricted movement and the
consequences of ongoing political instability in Palestine. Many of these
factors were also highlighted in a study by Marie, Hannigan, and Jones (2016),
who emphasised their impact on health and service needs in Palestine.

Although the PA has been committed to promoting the social rights of children
with disabilities, as outlined by the UN convention and the Millennium
Development Goals for persons with disabilities (UNICEF, 2016), the
transition to a rights-based approach is very slow. Normal access to health
services, social support, education and work are often unattainable (Burton et
al., 2013). Despite the establishment of a comprehensive body of legislation,
policies and CBR programmes that are consistent with social justice, there
continues to be a gap between laws, policies and practice. The implementation
gap might be related to stigma and the negative cultural attitudes towards
disability, the political consequences and the above-mentioned multitude of
issues in Palestine.

When assessing self-perceived health among children and adolescents in
Studies Il and 1V, a significant difference was found between the study groups
and the reference groups in all dimensions of the PedsQL. These results are
consistent with previous studies (Johansen, Dammann, Andresen, &
Fagerland, 2013; Miller Godeffroy et al., 2008), as children with SB in these
studies perceived their HRQoL as lower than did their healthy peers.

Data from a previous literature review (Bakaniene et al., 2016) showed
consensus in the significant impact of physical factors on the children’s health
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and functioning, while the reported findings about the psychosocial factors
have been inconsistent. Although Copp et al. (2015) considered physical,
neurocognitive and social functioning to be important factors in lower HRQoL
among children with SB, Johnson, Nilsson, and Adolfsson (2015) related the
greatest reduction to physical functioning and the smallest reduction to
emotional functioning, while Jenkinson et al. (2011) suggested other predictors
of HRQoL, including social class, levels of pain, parenting stress and family
functioning.

However, children in this thesis (Studies Ill and 1V) had low scores on the
social functioning subscale; although the adolescents’ (Study IV) lowest scores
were not for social functioning, unlike the children (Study IlI), they still
reported social scores that were very low. The lower scores for social
functioning in Studies 1l and IV might be partly related to the negative social
attitudes and environmental obstacles in Palestine that were explored by the
children in study Il. Kaur et al. (2016) also claimed that social and
environmental aspects in Palestine could exacerbate the social exclusion of
children with disabilities.

Moreover, the reported scores on the total PedsQL scale in Studies Il and 1V,
among children with SB, were lower than the findings from self-report studies
conducted in other contexts (Abresch, McDonald, Widman, McGinnis, &
Hickey, 2007; Ramachandra, Palazzi, Skalsky, Marietti, & Chiang, 2013).
Although SB can profoundly impact the physical and psychosocial functioning
of affected children, the contextual factors can also have an important impact
(Bannink et al., 2016). These results might be partly related to the multitude of
factors in the Palestinian context that influence individuals’ lives in general,
including socioeconomic status, political issues, the provision of care and the
lack of resources. Studies have emphasised the impact of these factors in the
deterioration of the psychosocial health and social adjustment of children with
SB (Bannink et al., 2016).

In Studies Il and 1V, impairment in mobility and shunted hydrocephalus were
both inversely associated with self-perceived health, which is in line with a
previous study by Ramachandra et al. (2013). The positive impact of mobility
independence on self-perceived health and QoL has also been emphasised in
previous studies (Padua et al., 2004; Schoenmakers, Uiterwaal, Gulmans,
Gooskens, & Helders, 2005) Further, Olesen, Kiddoo, and Metcalfe (2013),
found no association between shunted hydrocephalus and the PedsQL score.
However, a literature review by Bakaniene et al. (2016) showed contradictory
findings concerning the associations between levels of impairment and
HRQoL in children with SB. Bakaniene et al. (2016) related these
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contradictory findings to the heterogeneity in the study sample, study designs,
determinants and outcome measures.

The quantitative data (Study Il and 1V) suggest that bladder and bowel
dysfunction does not have a significant association with self-perceived health.
This finding is both surprising and incongruent with the children’s narratives
in Study II, which revealed the impact of incontinence on the children’s health
and behaviours.

SOC showed a decline in the total score in Study I\VV. Moreover, the SOC scores
reported by both the SB group and the reference group were low (47 + 05 and
55 + 14, respectively) when compared with the cut-off points proposed by a
previous study (Mendel et al., 2001), which considered a score of 35-60 to be
low. Although this thesis does not measure the impact of sociocultural
conditions, economic hardship and political violence on SOC, these factors
might influence low SOC in the adolescents living in the West Bank, Palestine.
Likewise, Pham, Vinck, Kinkodi, and Weinstein (2010) suggested that
cumulative exposure to political violence is inversely associated with SOC
among a general population in Eastern Democratic Republic of Congo. Studies
of SOC among adolescents in different cultural groups have indicated that low
SOC could be related to weak external GRR, low education, low
socioeconomic status, different perceptions of the SOC construct and living in
areas of political violence (Abu-Kaf, Braun-Lewensohn, & Kalagy, 2017;
Braun-Lewensohn & Sagy, 2011).

To our knowledge, first-hand studies of SOC in adolescents with SB are
lacking. Research has shown that people with a strong sense of coherence are
more likely to identify stressful conditions, can handle stress better and are
healthier than people with weak SOC (Lindmark, Hakeberg, & Hugoson, 2011;
Super, Wagemakers, Picavet, Verkooijen, & Koelen, 2015). Further, Surtees
et al. (2007) claimed that patients with a low SOC have less confidence in
adapting to the difficulties faced in their lives than those with a higher SOC.
Thus, the low SOC scores among adolescents with SB in Study IV might imply
less ability to adjust to physical and social conditions.

Study IV found a positive association between the SOC and PedsQL scores,
and these findings are consistent with a previous systematic review published
by Eriksson and Lindstrém (2007) which noted the potential impact of SOC
on perceived health. It was argued by Eriksson and Lindstréom (2007) that the
stronger the SOC, the better the perceived health.
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/ METHODOLOGICAL CONSIDERATIONS

Qualitative and quantitative approaches are used for complementary purposes
to answer different research questions in nursing and other disciplines
(Hammarberg, Kirkman, & De Lacey, 2016). The most critical issue in
selecting a research design is its appropriateness to the aim (Polit & Beck,
2016). The methods used in this thesis were consistent with the aims presented
in the four studies.

In qualitative studies, the purpose is to describe a phenomenon and create
meaning and understanding by visualising the processes of people rather than
outcomes (Suter, 2012). In this thesis, the qualitative studies contributed to
health care science and demonstrated ways in which to care for vulnerable and
marginalised children with SB and their families and how to meet their needs.

The key issue in qualitative studies is to generate in-depth data sufficient for
illuminating the phenomenon under study; therefore, when selecting the
sample and setting, it is important to consider information richness (Polit &
Beck, 2016), as a small number of participants who are able to reflect on their
experiences may generate a large amount of data for analysis. Further,
sampling decisions in qualitative studies are not guided by the desire for
generalisability to a target population. Instead, the principle guiding the
collection of a population sample is to simply describe unigue phenomena —in
Study I and I, this meant that participants had to have experienced the actual
phenomenon and were capable of expressing it, i.e., being the mother of a child
with SB, and being a child with SB.

Conducting narrative interviews in Study | and Il was beneficial, as the
interviews generated sufficiently extensive data about mothers’ and children's
lived experiences. However, the knowledge acquired from these narratives
would be of no value if it could not be spelled out and explained, as people’s
narratives often lack an explicit essence (Lindseth & Norberg, 2004).
Therefore, the method chosen for the analysis was the phenomenological-
hermeneutical method. This method, developed and described by Lindseth and
Norberg (2004), was useful in fulfilling the aim of the study and in providing
a deeper understanding of the complex multidimensional nature of the
phenomenon. The method explored the participants’ views, thoughts,
perceptions and feelings about their lifeworld experiences.

The most important aspect that should be discussed in detail are the ethical
issues introduced by studying children and, more sharply, when conducting
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interviews with children, because their experiences and understandings of the
world differ from those of adults and their manner of communication might
also differ (Einarsdéttir, 2007). In Study II, Il and IV, close attention was paid
to the process of obtaining assent from the children and informed consent from
their parents as well as clarifying the study objectives for them. Both children
and parents were provided with understandable information about the
interview questions in Study Il to facilitate communication. In Study I1l and
IV, detailed explanations were given to the two groups of children
(children/adolescents with SB and healthy children/adolescents) and their
parents to introduce them to the research topic.

However, several issues of trustworthiness must be considered and discussed
in relation to qualitative studies. According to Lincoln and Guba (1985),
trustworthiness includes four interrelated criteria: credibility dependability,
conformability and transferability. Credibility concerns the richness of the data
collected and confidence in the truth of the findings (Lincoln & Guba, 1985).
To facilitate rich narratives from mothers and children (Study | and I1), the
participants were of different ages and lived in different areas; additionally,
they were selected to exhibit wide variation in the level and type of deformities
related to SB, thereby yielding variations in the data. All interviews started
with one main question, but follow-up questions were used to encourage
interviewees to elaborate on their narratives. The interpretation was based on
participants’ original narratives, and the interpretation process was described
in detail. However, according to Ricoeur (1976), there is always more than one
way to interpret a text, since texts convey many meanings, i.e., the
phenomenological-hermeneutic approach does not offer one probable
interpretation or truth.

Dependability is the criterion used to assess reliability (Hammarberg et al.,
2016) and is closely related to credibility. It refers to whether the findings are
consistent and can be repeated (Polit & Beck, 2016). Using the same interview
guide for all the participants, including the same opening question and
relatively similar follow-up questions, was expected to strengthen
dependability. Conformability refers to the objectivity of the findings — that is,
whether the findings reflect the participants’ voices and thoughts or are in fact
shaped more by the interviewer’s preconceptions (Polit & Beck, 2016). In this
regard, the researcher’s preconceptions should be considered from the
beginning of the analytical process through to the naive understanding and
structural analyses to the comprehensive understanding. However, the
researcher’s preconceptions can never be totally avoided and will as such
always have some influence on the analysis. According to Dahlberg, Dahlberg,
and Nystrom (2008), we cannot free ourselves from our preconceptions, but
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we can be aware of them. This means that we can revise, broaden and deepen
our preconceptions through critical reflection. According to Lindseth and
Norberg (2004), preconceptions must be recognised, reflected upon and
controlled during the analysis. | reflected on my preconceptions by writing
them down, as presented in the introduction section.

The transferability of the findings in this thesis is best understood within
paediatric and family nursing in the Palestinian health care context. Although
the number of participants was small, the findings could be transferred to the
context of mothers caring for children with SB and other disabilities, especially
in the context of Arabic societies.

In quantitative studies, consideration must be given to the validity and
reliability of the measures. The instruments used in this thesis (PedsQL and
SOC) are well established, have been used extensively in the past, and are
considered valid and reliable. Moreover, they have been validated in Arabic.
The validity and reliability of the PedsQL™ 4.0 GCS, Arabic version, have
been shown by Varni et al. (2005), while the SOC-13 Scale, Arabic version,
has been shown to be valid and reliable by Eriksson and Lindstrém (2005).
Although the PedsQL™ 4.0 has been used previously in children and
adolescents with SB, the SOC has not been tested on this group. However, the
results were related to SOC among children with other chronic illnesses.

Another important aspect in quantitative studies is the sampling process. In
Studies 11l and 1V, the researcher used convenience sampling, rather than
probability sampling. In cases where information is limited, such as for
children with SB in Palestine — particularly related to their self-perceived
health and SOC — a convenience sample can be practical. Using this sampling
method may help in describing such conditions; while convenience sampling
creates limitations with respect to the generalizability of results (Etikan, Musa,
& Alkassim, 2016) it was sufficient to meet the purposes of the current studies,
which were cross-sectional and descriptive, with few attempts to verify
relationships between the variables.

However, one must consider that neither the descriptive information nor the
relationships found between the variables in Studies Il and 1V should be
interpreted as applicable to the full range of children and adolescents with SB
in other contexts. At best, the studies may be representative of the segment of
such children who are living in Palestine. Caution must be taken in generalising
descriptive information, or making inferences, due to the lack of probability
sampling. However, the use of a purposive sample and the small number of
participants in the qualitative studies was not problematic, because
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generalising to a population is not the purpose of such research. Instead, the
purpose of the qualitative study in this area was to understand the lived
experiences of the mothers and children, as they gave rich and detailed
descriptions of their experiences.

This thesis has some limitations related to the sample that should be
considered. Children with intellectual deficits were excluded, yet these
children’s experiences with vulnerability and social exclusion may be different
from those of the children interviewed in this study. The study relied on the
voices of children registered in governmental and NGO organisations.
Children who are particularly marginalised or hidden due to negative
sociocultural attitudes and the stigma of disability, as well as those who do not
have accessibility to services, were not considered eligible. Further, the
guantitative studies were cross-sectional, and the effects of SB on self-
perceived health and SOC could not be established from this study.
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8 CONCLUSION AND IMPLICATIONS

To the best of our knowledge, this is the first thesis in the context of the West
Bank, Palestine, that has used qualitative and quantitative data to contribute
first-hand knowledge about the lived experiences, self-perceived health and
SOC of children and adolescents with SB.

The findings in Studies | and 1l showed that the participants experienced
suffering related to SB consequences, and found their life situation
burdensome. Both the mothers and children struggled with negative social
attitudes and prejudice that led to social exclusion. The mothers found, lack of
knowledge about SB, daily stressors and challenges of caring for the sick child,
overwhelming. Despite the stressful life conditions, the mothers showed
adjustment abilities. The children had a negative self-concept, mainly related
to their impairments, and particularly the difficulties they faced with
incontinence problems and the use of CIC. They showed warning behavioral
problems and feelings of shame, secrecy, and abandonment.

In Studies Il and 1V, low levels of self-perceived health and SOC among
children and adolescents with SB, in comparison to their healthy peers, were
found. Social functioning was scored low among adolescents with SB, but was
lowest in children. The findings showed that mobility impairment and shunted
hydrocephaly were inversely associated with self-perceived health. Further,
SOC was positively associated with self-perceived health among adolescents.

The thesis shows how the complex consequences of SB and the contextual
circumstances in Palestine — including stigma, poverty and ongoing political
conflict — affect the mothers’ and children’s lives. These factors emerged as
important challenges to guide paediatric nurses, rehabilitation nurses and other
health care providers in planning child and family care. In particular,
strengthening the role of the family by enhancing and mobilising their inherent
supportive capabilities, while simultaneously reducing exposure to risk
experiences, is a central part of facilitating positive psychosocial adjustment
and adaptation to living with SB in Palestine.

Major findings from this thesis suggest that
e Nurses, and especially paediatric nurses, need to have better

knowledge about SB and what nursing actions can be helpful for
children with SB and their families.
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e Nurses should take an active role in controlling bladder and bowel
incontinence, by teaching mothers about the use of CIC and other
helpful remedies for controlling bowel movements, and teaching
children at an early age how to use CIC and other caring remedies.

¢ Nurses can play an important role in enhancing children’s activities by
teaching them and their families about the importance of physical
activities and commitment to the exercises schedule that supports their
ambulation levels.

e The mothers’ roles in the care of children with SB and their efforts to
maintain their family’s well-being call for more coordinated health
care interventions for families (i.e., FCC policies and CBR programs),
which would both enable and empower the children and their families.

¢ Adoption of and adherence to the FCC continuum within the provision
of health services in Palestine would be expected to help Palestinian
children with SB and their families to face the stigma of the illness,
thereby increasing their participation, independence and societal
acceptance.

e Itissuggested that the PedsQL™ 4.0 and SOC-13 measures to be used
continually by nurses in rehabilitation centres and routinely to assess
any changes in the children’s physical and psychosocial health and
SOC.

e As social functioning received low scores on the PedsQL subscales,
social support services for children and adolescents with SB and other
disabilities are sorely needed in Palestine to promote these children’s
social functioning, autonomy and independence.

o Knowledge generated from this thesis could help nurses, health
professionals, families and stakeholders to collaborate in the
establishment of health and social network services. These efforts
could be used to further promote CBR services and develop national
guidelines of care for children with SB and their families in Palestine.
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9 FUTURE RESEARCH

Spina bifida is a burden that affects the lives of children, their mothers and
their families. As this was the first study in the West Bank, Palestine, further
studies are needed to provide a basis for health care policies to meet the
growing needs of children with SB and their families, and to support future
health care strategies for this group of children.

Given the limited data available on SB in Palestine, epidemiological
studies are recommended to explore its incidence, prevalence, life
expectancy and complications.

This thesis found that social attitudes have the greatest impact on
mothers’ and children’s psychosocial health. Future studies are
needed to explore the knowledge, attitudes, beliefs and behaviours of
health care providers about SB in Palestine. Further, to obtain their
knowledge about CBR services provided for children with SB.

Research should seek to understand the role of nurses and other
health care providers in supporting this group of patients and their
families. Emphasis should be placed on assessing the extent of their
interactions and collaboration with families.

Intervention studies are needed that would conduct the FCC in one of
the rehabilitation centres to determine whether the FCC strategies are
applicable to Palestinian society in various settings and could create
benefits for families.

An important recommendation for future studies is to assess the
knowledge of children and their families about urinary incontinence
and its impact on children’s health.

Given the supportive role of husbands and other family members,
further interview studies are recommended that would involve fathers
and siblings of children with SB in order to understand their
experiences.
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APPENDIX

Interview guide Study |

v

Can you tell me about your experience: How it is to be a mother to a
child with Spina Bifida? Follow-up guestions like -Can you tell me
more about -. How did you feel when? What do you mean? Can you
give an example, how it felt, and so on.

Can you describe your experience and your feelings in the first time
when you understand that you would have a baby with SB? Follow-
up questions Like- who told you about it. How you react to this?
What you think about it? Can you tell me more about this?

Can you describe your experience and expectations about your baby
before delivery? Tell me about your experience when your child was
born with Spina Bifida at the delivery time and after delivery.

Can you tell me about the reaction of people around you when they
heard about it and when they saw the baby? How does this, to have a
child with SB affects your family life? What are the most difficulties
you faced since the delivery of your child- How do you feel now with
the number of years - what you hope?

Can you tell me about your experience with the child’s treatment?
How did it go- How do you feel about it.

Please tell me about your feelings after the number of year passed
with the child what do you think how you experience the life and the
future life

Interview guide Study Il

v
v

v

Can you tell me about your daily life experience with SB?
Can you tell me about a typical day? What do you do every
day?

Can you describe your experience with your family in the
home environment?

Tell me about one day you spend with your friends. How do
you feel about it?

Can you tell me about one day you spent in the hospital?
What about the equipment and devices you of the use?
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