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TAGGEDPABSTRACT

Families of children and youth with special health care needs

(CYSHCN) can face challenges with regard to health and well-

being. Health systems are designed to support CYSHCN but do

not often consider the health and well-being of their family.

Despite a growing body of literature, substantial gaps remain in

our understanding of the impact of caregiving on family health

and well-being and mechanisms of supporting families. In order

to better understand and address these gaps, a national

CYSHCN network developed a national research agenda to pri-

oritize key areas of insufficient understanding of health and

well-being for families of CYSHCN. Questions identified by

the research agenda include: 1) How can family resiliency and

adaptability be measured and improved? 2) How can we better

assess family mental health needs and implement appropriate

interventions? 3) What is the impact of family health on

CYSHCN health outcomes? This paper describes a review of
CADEMIC PEDIATRICS

opyright © 2021 by Academic Pediatric Association S22
what is currently known regarding health for families of

CYSHCN, gaps in the literature focused on the research agenda

questions, and recommendations for future research. Based on

the research agenda and current state of research for family

health of CYSHCN, the authors recommend focusing on resil-

iency and adaptability as outcomes, using implementation sci-

ence to address mental health concerns of family members and

to further assess the impact of family health on health outcomes

of CYSHCN. In addition, research should have a special focus

on diverse populations of families and consider these questions

in the context of different family structures.

TAGGEDPKEYWORDS: caregiver health; families; family health;

research agenda; stakeholder engagement
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TAGGEDPWHAT’S NEW

This paper reports on the consensus research priorities

for families of children and youth with special health

care needs.
TAGGEDPIN ORDER TO prioritize research likely to have the greatest

impact, the children and youth with special health care

needs (CYSHCN) research network conducted a consen-

sus-based process, the RAND appropriateness method

(RAM), to identify research priorities for CYSHCN.1 This

structured process with key family and professional stake-

holders resulted in the identification of 9 themes with key

research areas for focus in future work. This paper outlines

identified gaps in research related to one of these 9 areas,

family health in families with CYSHCN. Overall, the con-

sideration of family health in studies of CYSHCN is under-

studied. Understanding the constellation of interconnected

factors that drive family health and well-being is important

to ensuring that CYSHCN flourish and thrive.

In this paper, family includes individuals based on mar-

riage, legal ties, blood, cohabitation, and other social ties.
Family health is a dynamic state that emerges from the

intersection of the health and needs of each family mem-

ber and of their access to the supports and resources they

need to be healthy. Family health is greater than the sum

of its parts and is an important determinant of child

health.
TAGGEDH1WHAT IS KNOWN AND CURRENT KNOWLEDGE

GAPS TAGGEDEND

While there is a large body of research on family health

for all families, there is a smaller body of work specifi-

cally related to families of CYSHCN. Much of the work

related to families of CYSHCN has described challenges

in family physical and emotional health, family function,

and caregiver strain. Other recent work has focused on

family resilience, adaptation to adverse circumstances,

and promotion of caregiver well-being through family-

centered care and caregiving skills. Studies commonly

focus on primary caregivers who are most often parents

but sometimes grandparents or other guardians. Some lit-

erature has expanded to also evaluate the health and well-
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being of siblings. A brief overview of current literature is

described below.

One area of family health research has focused on

understanding family physical health. Studies report that

physical health in caregivers of CYSHCN is worse than

others.2 Challenges in physical health reported in studies

of families of CYSHCN include health problems related

to physical strain and demands of caregiving as well as

chronic stress and its impacts on physical health.3 Many

families are at risk for poor, interrupted sleep, which may

contribute to physical strain and illness.4 A focus area of

investigation has been the association of caregiving stress

and neuroendocrine dysfunction, elevated systemic

inflammation, and poor immune response among the

parents of CYSHCN, which may be associated with poor

health outcomes.5,6 Lack of respite care can certainly con-

tribute to physical and mental fatigue.7 In addition to the

literature on parents and other primary caregivers, siblings

are at risk for illness and poor health.8

Other research seeks to understand the emotional and

psychological health of family members. Concerns

regarding medical trauma and post-traumatic stress disor-

der from a child’s illness are discussed.9 Parents have

been noted to have higher rates of anxiety and depression

than the general population.10 Parents who report having

significant and undersupported care responsibilities for

their child may experience caregiver strain, which con-

tributes to poor quality of life.3,11 As with physical

demands, the lack of respite care furthers caregiver mental

and emotional fatigue.7 In addition, siblings of CYSHCN

have been reported to have an increased risk of behavioral

and mental health difficulties and poor quality of life but

also form well-developed coping skills and build strong

social support systems.12

Caregiving activities may limit a family member’s abil-

ity to work and thus impact family finances. Parents report

inadequate family leave, inability to pursue employment,

and missed work hours, all leading to forgone earnings.13

High health care costs, high out-of-pocket expenses, and

high rates of underinsurance contribute to high rates of

financial difficulties that impact family well-being, family

function, and distress.14 These financial burdens may con-

tribute to housing instability and food insecurity, both of

which have been reported to be higher in families of

CYSHCN.15,16 These financial issues likely contribute to

the elevated stress levels noted above and are experienced

at greater levels in families of CYSHCN than among other

families.

While families of CYSHCN face challenges with

regard to their health and well-being, many families are

thriving and flourishing.17 Promotion and further under-

standing of factors associated with family resilience,

adaptation, and flourishing are becoming increasingly

important in CYSHCN research.18,19 New research

focused on interventions to improve health and well-being

for families of CYSHCN highlights ways that children

and their families flourish, and can promote approaches

that foster resilience.20 Health system structures such as

advancement of the family-centered medical home and
enhanced care coordination are associated with fewer

unmet needs and improved family functioning.21 These

structures can help improve families’ partnership in their

care by providing consistent support, helping them act on

their concerns, and improving access to needed services.

Recent work has also evaluated mechanisms to increase

internal supports that enhance parental and family coping

skills and problem solving through peer support and

engagement, educational efforts, and specific competency

training.22,23

Although there is a growing body of research focusing

on families of CYSHCN, there remain significant gaps in

the literature. Recognizing and addressing these gaps will

be crucial to further advances in family health. Below we

highlight 3 overarching research questions.

TAGGEDH2HOW CAN WE BETTER UNDERSTAND WHAT HELPS FAMILIES

OF CYSHCN FLOURISH, BE RESILIENT AND ADAPT? TAGGEDEND

While families face many challenges, current literature

on families of CYSHCN is limited. Overall, there is a lack

of well-developed literature focused on the evaluation of

well-being and aspects related to flourishing, resiliency,

and adaptability specific to families of CYSHCN. Adapt-

ability refers to the accommodative coping that can occur

in families and individuals with chronic illnesss.24 Resil-

iency is a related multidimensional construct that refers to

the ability to maintain positive adaptation and effective

functioning when faced with stressors.25 Flourishing is a

concept of well-being and includes domains such as con-

nection, engagement, relationships, and self-worth that

can occur regardless of illness and stress.18 The complex-

ity of these multifactorial and multidimensional constructs

and significant variation in family needs and experiences

for families of CYSHCN lead to challenges in develop-

ment, standardization, and validation of screening or mea-

surement tools. Continued work on valid, reliable

standard assessments is needed. Consistent use of com-

mon measures promotes comparison of studies of family

health and evaluations of interventions to improve it.

Development and validation of assessment tools specific

for the evaluation of health and well-being of families

CYSHCN are necessary.

TAGGEDH2HOW CAN WE BETTER ASSESS FAMILY MENTAL HEALTH

NEEDS AND IMPLEMENT APPROPRIATE INTERVENTIONS? TAGGEDEND

Although a number of studies have identified family

members of CYSHCN at high risk for mental health chal-

lenges such as depression, anxiety, and caregiver strain,

there is a paucity of literature showing effective imple-

mentation and sustainability of universal family mental

health screening and implementation of programs to

effectively address these family health needs.26 There is

also a poor understanding of factors impacting family

mental health and ways they can be moderated. In addi-

tion, more research is needed to identify optimal ways to

support caregiver self-care and improve the family resil-

iency specifically for families of CYSHCN. Research in

other populations such as caregivers of patients with

dementia or cancer have demonstrated the utility of
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respite care, caregiver skill training, and mindfulness-

based stress reduction.27,28 Families of CYSHCN may

face different stressors, physical demands, emotional

challenges, and caregiving dynamics from caregivers of

adult patients. In addition, their caregiving roles often

span longer durations and therefore may place unique

strain on caregivers over time. Research focused specifi-

cally on systematic identification of mental health con-

cerns and sustainable, effective interventions in families

of CYSCHN is needed.
TAGGEDH2WHAT IS THE IMPACT OF POOR FAMILY HEALTH ON

CYSHCN HEALTH OUTCOMES? TAGGEDEND

Family health and well-being may also contribute to

CYSHCN use of health care and health outcomes; how-

ever, this area has not been adequately explored. Family

characteristics such as parental employment and insurance

status are associated with delayed or inadequate care,

which can contribute to poor health outcomes for

CYSHCN.29 Research focusing on unmet health care

needs, family financial strain, and poor child health out-

comes tends to focus on a limited array of family variables

such as household income or insurance status.30 Specific

research about the availability and accessibility of needed

services for families of CYSHCN and what factors help

families to access needed services might consider a wider

range of possible relationships between family and

CYSHCN health.
TAGGEDH2KEY ADDITIONAL RESEARCH GAPS TAGGEDEND
TAGGEDPINCLUSION OF DIVERSE FAMILIES IN RESEARCH AND THE

IMPACT OF ADDING FAMILY MEMBERS TO THE RESEARCH

TEAM OR STAKEHOLDER PANELS TAGGEDEND

Current research lacks emphasis on African American,

Latinx, Asian, and other racial/ethnic groups, specific cul-

tural groups, diverse family types (eg, kinship, adoptive,

foster relationships), low-income families, and families

with limited English proficiency. There is evidence that

families from African American and Latinx and low-

income families with CYSHCN are at higher risk for chal-

lenges related to health and well-being and may face dif-

ferent risks than other populations of CYSHCN.31,32

Currently, there is also a gap in our understanding of the

factors and underlying mechanisms contributing to poor

health outcomes for racially and ethnically diverse fami-

lies and whether they face different risks. In addition,

there is a significant knowledge deficit in the understand-

ing of health and well-being of families with limited

English proficiency who face unique challenges within

the health care system.33,34 This is particularly notable

with interventional studies, often due to challenges in pro-

viding interventions in multiple languages and measure-

ment issues. Understanding how culture influences the

health of families of CYSHCN could provide information

that would be invaluable to improving the quality of fam-

ily supports and the ability to provide culturally and lin-

guistically competent care to all families. Barriers to
research include lack of trusting relationships (eg, based

on past abuses of research subjects), lack of bi/multilin-

gual researchers, measures that are validated only in

English (or a limited selection of languages), limited

diversity in the population of researchers, among others.

Partnering with diverse families with lived experience

and including them on research teams can help assure that

the research will be relevant and helpful to all families.
T AGGEDPHEALTH AND WELL-BEING OF ALL FAMILY MEMBERS TAGGEDEND

There is also a lack of literature focusing on the health

and well-being of family members beyond parents, apart

from some literature on siblings of CYSHCN. Research

on siblings and other family members often relies on

proxy reports, which may not fully represent the experien-

ces of the intended respondent.35 Grandparents raising

CYSHCN and other kinship families are of particular con-

cern as they often step into family caregiver roles unex-

pectedly and with minimal preparation, and reportedly

may be reluctant to interfere with the parent-child rela-

tionship by taking over legal guardianship. In addition,

there is a gap in the literature dedicated to families with

multiple CYSHCN, foster families, and other underrepre-

sented family structures.
TAGGEDH1RECOMMENDATIONS FOR FUTURE RESEARCH TAGGEDEND

Through the RAM process, key stakeholders identified

one key priority recommendation specific to family

health: “How can family adaptability be measured and

improved?”. Other family health priority topic categories

related to family mental health and well-being were also

identified as important areas for future research. Catego-

ries related to family health include family resilience,

family mental health screening, support for family self-

care and emotional needs, family mental health and addic-

tion, and family stress. The RAM process also identified

the importance of the influence of family health on child

health. The identification of the importance of family

mental health and resilience is clear and points to the need

to create systems that work for and with families to sup-

port their identified needs as a means to support their men-

tal health. Family mental health and resilience connects to

child well-being and flourishing.18

Although not identified as a separate family-related

issue during the RAM process, it is critical to focus on

issues of equity and to engage families who are experienc-

ing these inequities as equal partners in the work. Families

of CYSHCN are particularly vulnerable to disparities in

health care. Issues related to disability, race, ethnicity,

racism, poverty, language, and heath literacy, among

others, drive unacceptable inequities in care and outcomes

for CYSHCN. Consideration of these issues in CYSHCN

research in the context of the whole family rather than the

individual child will lead to more comprehensive under-

standing of the needs of children and families and poten-

tial strategies for improvement. Partnering with families

from affected communities as authentic research partners

to identify, for example, what constitutes an appropriate



Figure. Recommendations for future research topics related to families of CYSHCN. CYSHCN indicates children and youth with special

health care needs.
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sample for an individual question and how to obtain unbi-

ased samples that are representative of the population

being studied is essential to effective research. In some

situations, it may be important to study subpopulations or

oversample groups that lack access to care and/or good

health care outcomes.

The 3 primary areas of recommendation related to fam-

ily health that were derived from the RAM process are

described above (Figure). First, research should improve

the measurement of family health including adaptability,

resiliency, and flourishing as outcomes of research. This

work should focus on outcomes that have been defined by

and are important to families such as flourishing, resil-

iency, and adaptability along with other factors that pro-

mote family mental. Observational studies utilizing these

outcome measures will determine factors that are associ-

ated with them and will identify moderating and mediat-

ing factors. Elucidation of these factors will enable family

and professional research teams to develop and evaluate

targeted interventions to promote family mental health

and well-being.

To lay the foundations to study these complex domains,

further measurement work is needed. Taking advantage of

work that has been done in the social sciences including

theoretical work will be useful in creating and/or identify-

ing valid, reliable, psychometrically robust measures of

outcomes. These studies might include testing the proper-

ties of outcomes measures for their sensitivity to change,

their validity and reliability, their psychometric properties

in populations of families of CYSHCN, in different sub-

groups of families, and/or in different languages. It might

also include qualitative research to inform measure devel-

opment and to assure that family preferences are built into

measure development. This will inform the choice of stan-

dardized and validated outcome measures that may be

used across observational and interventional studies,

increasing the ability to synthesize the findings of multiple

studies. For example, studies of medical home models,

care coordination, parent coaching, mind body, and other

interventions could utilize these common outcome meas-

ures to allow assessment across interventions. This work

will need to be mindful of how culture and language is

addressed in measurement development and use so that

studies can be conducted in diverse populations.

The second recommended focus area for research on

family health is the assessment of and testing interven-

tions related to mental health including work related to

flourishing, resiliency, and adaptability. Research focus-

ing on interventions to improve caregiver well-being
should be developed or draw from other populations. For

example, the use of mindfulness-based stress reduction,

which has been useful in adult caregivers of dementia

patients, has shown promise in caregivers of children with

autism and future work may concern this application in

other populations.36,37 This work could be extended to

studies of broad groups of parents of CYSHCN. Similarly,

although there is literature showing substantial gaps in

respite care for families of CYSHCN, more research is

needed to show the short- and long-term impacts of

respite care on family mental health and evidence of suc-

cessful methods to improve the availability of such pro-

grams. Other possible interventions include the medical

home (and components thereof), care coordination, parent

support groups, peer mentorship, the organization of care,

care in the home, and policies that influence the receipt

and delivery of care to children and youth.

As noted above, this work should include considera-

tions of race, ethnicity, language, family structure, which

family members are considered, among other elements

that may impact interventions to influence outcomes.

Understanding which families are most at risk, which

interventions work and for which populations, and which

interventions will contribute to reducing disparities will

contribute to improved and equitable outcomes. Studies in

this area might also compare different state or local poli-

cies related to family support and whether they improve

outcomes and reduce inequality. Understanding how sys-

tems might provide personalized treatment and supports

to meet the identified needs of families is also crucial.18

In addition to identifying the most useful interventions,

more research is needed focusing on implementation sci-

ence. Implementation science could inform the broad

uptake and success of clinical interventions, social and

community supports, and health and social policies that

identify and influence family physical health, mental

health, flourishing, resilience, and adaptability. One

implementation framework, the RE-AIM framework of

implementation science considers variables related to

reach, adoption, implementation, maintenance, and evi-

dence.38 Using this or other frameworks could improve

the uptake and delivery of successful interventions.

Third, further research is needed to consider how the

health of CYSHCN is influenced by family health and

well-being. The consideration of family health variables

in studies of CYSHCN and their health at this time is

often limited to parental marital status and socioeconomic

status. Consideration in these studies of theoretically

derived and hypothesized mechanisms of the influence



T AGGEDENDS26 KUHLTHAU ET AL ACADEMIC PEDIATRICS
may identify a broader set of family characteristics to con-

sider in future studies. For example, studies often include

some variables that measure family structure, such as

number of individuals in the household or marital status

of a parent respondent. Different aspects of family struc-

ture might be relevant for any given study. Different con-

siderations of what aspect of family structure are of

interest and why might lead to different family structure

variables being considered in analyses. In being more pre-

cise and thoughtful the analyses may reveal areas where

systems changes could help families. To take a simple

example, if there are no adults available to take a child to

an appointment in the middle of the day then could clinics

stay open later? Could health care services happen in the

home or at school? Could visits be bundled so that they

use the family’s time more efficiently and require less

time off from work?
TAGGEDH1CONCLUSIONS TAGGEDEND

Family health is an important outcome to consider in

research focusing on CYSHCN. Research has demon-

strated families of CYSHCN to be at risk for challenges

related to their health and well-being; however, families

are also resilient and can thrive with a supportive health

care system. Gaps remain in the literature including a

focus on understanding measurement of flourishing resil-

ience and adaptability of families of CYSHCN; interven-

tions supporting family physical and mental health; and

understanding the impact of family health on CYSHCN

outcomes. In addition, future research should focus on

equitable understanding of diverse families of CYSHCN.

This paper describes the recommendations of the

CYSHCN research network RAM process for family

health. The suggestions aim to improve the consideration

of novel family factors as outcomes and as inputs when

considering the health of CYSHCN and to do so in a way

that will also increase equity.
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