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Abstract
Previous literature documented that interpersonal strain arising from caregiving roles can negatively impact caregivers’
health and well-being, and interpersonal support can buffer this association. Using a social network approach, we evaluated
interpersonal strain due to malfeasant and nonfeasant care-related interactions and behaviors and interpersonal support
through uplifting care-related interactions and behaviors. We investigated whether caregivers’ perceptions of network
members’ malfeasant, nonfeasant, and uplifting interactions and behaviors were associated with caregivers’ expectations
regarding social network members’ involvement in caring for a child with a rare or undiagnosed disease. Qualitative data
was further utilized to explain how caregivers interpret these concepts. One hundred sixty-six (n= 166) primary caregivers
providing care to 104 relatives diagnosed with a rare genetic or undiagnosed disease were recruited through ongoing
research, advocacy groups, and family referrals. Caregivers provided information about 2,806 familial network members and
interactions with them. For each network member, perceived contribution to caregiving and whether the contributions met
caregivers’ expectations, and interactions representing nonfeasance, malfeasance, and uplift were assessed. Confirmatory
factor analysis for malfeasance, nonfeasance, and uplift demonstrated high construct validity for each and construct
correlations were significant. Caregivers reported that network members whose care role contribution did not meet
expectations were more likely to engage in malfeasance and nonfeasance (Odds Ratios range between 0.02 and 0.09,
ps < 0.001); whereas network members providing uplift were meeting caregivers’ support expectations (OR= 1.98;
p= 0.024). Thematic analysis demonstrated that respondents’ expectations of each network members’ care role involvement
derived from social roles and attributes of both the network members and the child. These findings can inform strategies that
maximize opportunities for interpersonal support and minimize interpersonal strain.
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It is estimated that 19.2% of children in the United States
are affected by at least one chronic condition, many of
which are rare genetic or undiagnosed conditions (Data
Resource Center for Child and Adolescent Health, 2018). In
the United States, a rare disease is one that affects fewer

than 200,000 people (Shimkus, 2002). It is estimated that
there are about 7000 known rare diseases, 80% of which
have a genetic etiology (Elliott, 2020; Ferreira, 2019).
Approximately two-thirds of these rare conditions affect
children (Nguengang Wakap et al., 2020). While many
diagnosed with pediatric rare diseases die before reaching
the age of 5 years, many also live into adulthood (Elliott,
2020). Taken together, it is estimated that 30 million people
in the United States are living with a rare disease, half of
whom are children (GAO, 2021).

Most rare diseases begin in childhood. Notably, the
diagnostic odyssey for children with rare disease can be
difficult and delayed (Schieppati et al., 2008; Valdez et al.,
2016). Those affected by rare or undiagnosed conditions are
often dependent on their parents and other family members
to care for them in their daily lives across their life course.
Family caregivers perform a wide range of care-related
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tasks. Not only do they help their relative with activities of
daily living, but they also take on the role of expert, edu-
cator, and advocate (Bush et al., 2022; Whiting et al., 2018).
As expert, caregivers perform complex medical tasks, often
due to limited access to formal care support services. And,
given the rarity of such conditions, caregivers are also
called upon to educate health professionals about their
relative’s condition and advocate for them with respect to
treatment, intervention, and quality of life. Parental care-
givers of children with rare genetic conditions experience
greater distress and reduced well-being relative to parental
caregivers of children with other chronic conditions or who
are typically developing (Fitzgerald & Gallagher, 2022).
Similarly, the 2018 National Alliance for Caregiving Rare
Disease Report indicates that caregivers caring for a relative
with a rare disease have significantly higher levels of
caregiver burden than other caregivers (Whiting et al.,
2018). Thus, understanding the experiences of rare disease
caregivers is a necessary first step in developing strategies
to reduce distress and improve their well-being.

It is well documented that many families experience
various health and social consequences in response to pro-
viding care to their relatives. For example, caregivers of
children with chronic conditions experience elevated levels
of depression and parenting stress, as well as increased time
constraints and financial burdens (Cohn et al., 2020;
Pinquart, 2018a; Pinquart, 2018b; Zan & Scharff, 2015).
Despite the challenges of caregiving, families often adjust
and discover many benefits. For example, having a child
with a chronic condition may foster greater teamwork and
thus family cohesion (Chernoff et al., 2001). Caregivers
perceive benefits from their caregiving experience and
increased appreciation for life by focusing on positivity
(Green, 2007; Larson, 2010). With a positive outlook as
well as the use of outside resources such as social support,
caregivers may exhibit resilience and have the ability to
cope with demanding situations (Lin et al., 2013; Manalel
et al., 2022). Understanding the factors that are important to
such outcomes is key to reducing the negative impacts of
caregiving and promoting the positive.

Caregiving and its impact on families has been most
extensively studied in the context of older adult caregiving,
including older adults living with dementia. In this litera-
ture, the Stress Process Model has been found useful to
understand how caregiving impacts caregivers’ health and
well-being as they care for adults with functional limitations
(Lazarus & Folkman, 1984; Pearlin et al., 1990). This
model identifies factors that affect how families cope with
the stress of caregiving, illuminating potential strategies that
can lead to successful adaptation and satisfying caregiving
experiences. According to the Stress Process Model, care-
giver attributes and their social contexts, primary stressors
associated with caregiving tasks, secondary stressors arising

from care roles such as interpersonal conflicts, and coping
resources and capabilities impact caregivers’ health out-
comes (Pearlin et al., 1990).

In the context of dementia caregiving, direct caregiving
tasks such as helping with daily activities (e.g., eating,
dressing, bathing, medical care) have been identified as
primary stressors whereas conflicts with other family
members and professional care providers regarding car-
egiving can act as secondary stressors (Ory et al., 1999;
Pearlin et al., 1990). In addressing these stressors, social
support from family and others are important coping
resources that buffer the impact of both primary and sec-
ondary stressors on caregiver health. Social support that is
directed towards caregiving behaviors and interactions has
been described in the literature as uplifting care-related
interactions and behaviors (Ashida et al., 2018; Brody et al.,
1989), and satisfaction with social support received has
been linked to fewer depressive and anxiety symptoms
(Razurel & Kaiser, 2015). On the other hand, limited
engagement of family members in caregiving tasks and
care-related conflicts were negatively associated with care-
givers’ psychological well-being (Ashida et al., 2018;
Brody et al., 1989).

In the current paper, we focus specifically on these
interpersonal mechanisms that reflect both secondary
stressors, such as difficulties with family relationships, and
coping resources, such as caregiving related support.
According to the Stress Process Model (Pearlin et al., 1990),
secondary stressors can be interpersonal in nature and may
relate to disagreements about caregiving interactions and
behaviors (i.e., malfeasance) or disengagement in the car-
egiving process (i.e., nonfeasance) (Ashida et al., 2018;
Brody et al., 1989). At the same time, as the Stress Process
Model posits, interpersonal mechanisms can also be coping
resources, often leveraged through uplifting care-related
social support. Understanding the characteristics of inter-
personal interactions that family caregivers have with their
personal network members is important to inform strategies
for maximizing interactions that facilitate coping and
minimizing interactions that act as secondary stressors.

The concepts of malfeasance, nonfeasance, and uplift
were first introduced by Brody and colleagues in their
qualitative study evaluating inter-sibling interactions in the
context of older parent care (Brody et al., 1989). Building
upon this initial work, Ashida and colleagues considered
these interpersonal mechanisms within the broader car-
egiving network and evaluated whether the quality of care-
related interactions can explain caregivers’ perceptions of
the extent to which network members meet their expecta-
tions. For example, whether they have uplifting interactions
such as helping with care or showing appreciation to the
caregiver (uplift), conflictual interactions such as receipt of
unwanted advice or criticism (malfeasance), or care-related
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disengagement such as not checking in or not showing
appreciation (nonfeasance) (Ashida et al., 2018). Consistent
with the Stress Process Model, this prior work also
demonstrated that caregivers report poorer well-being when
they perceive that network members are not meeting care-
related expectations. However, this previous literature
focused on caring for adults, primarily in the context of
dementia. There is limited research examining aspects of the
Stress Process Model in the context of caring for a relative
with a rare or undiagnosed condition, particularly the
interpersonal mechanisms that may function as secondary
stressors or coping resources.

Here, we use an ego-centered network approach and
measures of malfeasance, nonfeasance and uplift previously
developed in the context of dementia caregiving, to inves-
tigate caregivers’ interpersonal landscape as it relates to
secondary stressors (i.e., malfeasance and nonfeasance) and
coping resources (i.e., uplift). Specifically, we address three
primary aims. First, we aim to confirm whether the items
comprising these subscales (Ashida et al., 2018) hold in the
context of caring for a relative with a rare or undiagnosed
condition, a population that has not been widely studied in
caregiving research. Second, to assess the relevance of these
secondary stressors and coping resources, we determine
whether malfeasant, nonfeasant, and uplifting caregiving
interactions and behaviors are associated with caregivers’
expectations of network members’ involvement in specific
care roles. We hypothesize that network members who are
not meeting caregivers’ expectations with regards to various
care roles are more likely to engage in malfeasant and
nonfeasant care-related interactions and behaviors, and less
likely to engage in uplifting care-related interactions and
behaviors – that is, more likely to act as secondary stressors
rather than coping resources. Finally, given that the unique
experiences of these caregivers have been understudied, we
utilize qualitative data to further elucidate how caregivers
interpret malfeasant, nonfeasant, and uplifting caregiving
interactions and behaviors, with a focus on the care roles
network members are expected to play. The qualitative data
allows us to assess the relevance of these caregiving inter-
actions to the families caring for relatives with rare or
undiagnosed conditions. In doing so, we are better able to
understand the extent to which existing knowledge of older
adult caregiving may apply to the context of rare conditions
that primarily affect children with some moving into adult-
hood, and whether unique approaches need to be developed
to enable interactions that are beneficial to their caregivers.

Methods

Data were collected as part of the Inherited Diseases, Car-
egiving, and Social Networks protocol at the National

Human Genome Research Institute, National Institutes of
Health, which investigates the cognitive, emotional, and
social factors experienced by caregivers of family members
affected by rare genetic or undiagnosed diseases. The study
was approved by the Institutional Review Boards of the
National Human Genome Research Institute and the
National Institutes of Health in the United States. Partici-
pants were recruited from ongoing research activities
investigating the natural history of children affected by rare
inherited metabolic (IM) conditions or undiagnosed dis-
eases (UD), advocacy groups engaging families with rela-
tives affected by rare genetic metabolic conditions, and
through family referral. Of the 342 prospective participants
referred into study, 282 agreed to participate and were
consented into study. Of those consented into study, 79%
(n= 222) completed the online survey and semi-structured
qualitative interviews.

Procedures

Following the informed consent process, participants com-
pleted online survey, an online network enumeration, fol-
lowed by semi-structured interviews; interviews were
conducted either in person or by phone by trained study
staff. The online survey evaluated participant demo-
graphics, mental and physical health, coping processes, and
care roles. Using standard ego-centered network assessment
approaches, participants enumerated members of the car-
egiving network and their own personal network, providing
demographic information for each enumerated network
member (Valente, 2010). Assessment of network members’
care roles and whether expectations related to care roles
were met was conducted through a semi-structured inter-
view specific to network engagement in caregiving for a
subset of participants (n= 187) and online for the remainder
(n= 35); the semi-structured interview specific to network
engagement in caregiving was shifted to an online survey to
reduce participant burden. Next, all participants completed a
separate semi-structured qualitative interview in which they
described the social resources provided by their network
members, including interactions describing malfeasant,
nonfeasant, and uplifting care-related behaviors. All inter-
views were transcribed verbatim; personally, identifiable
information of network members was redacted from inter-
view transcripts prior to analysis. This study was pre-
registered in clinicaltrials.gov [NCT01498263].

For the current report, our sample includes 166 primary
caregivers (IM= 143; UD= 23) providing care to 104
relatives with an inherited metabolic or undiagnosed con-
dition (IM= 91; UD= 13). Primary caregiving status was
determined by self-nomination (94.6%) or nomination by
another participant in response to the question: “Who do
you consider to be the primary caregiver or caregivers to
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[relative]?” A total of 269 network members were enum-
erated as primary caregivers (M= 2.6 per family), 62% of
whom participated in the current study. Most primary
caregivers participating in this study are parents (91.6%),
with 6.0% being grandparents. Table 1 summarizes sample
characteristics. The majority are female (65.2%), white
(86.7%) and married (90.1%). Just over half (58.0%) were
employed full-time. Each participant enumerated an average
19.55 network members in their social network; on average
about 9 of these network members were family members.
Caregivers were caring for relatives who were, on average,
11 years of age, and were diagnosed approximately 10 years
prior to assessment. Of note, though children at the time of
diagnosis, several care recipients were adults over 18 years
at the time of assessment (n= 18 of 104). Primary care
needs were in social (M= 2.03, Range: 1 to 4) and life skill
(M= 2.78, Range 1 to 4) domains (State of Main DHHS,
2011).

Measures

Perceived Caregiving Interactions and Behaviors:
Malfeasance, Nonfeasance, Uplift

The Perceived Caregiving Interactions and Behaviors
network-based subscales were previously validated in a
dementia care context (Ashida et al., 2018). Items assess

malfeasant caregiving interactions and behaviors (7 items),
nonfeasant interactions and behaviors (4 items), and
uplifting interactions and behaviors (8 items). Through
interview, participants responded to each item by naming
those enumerated network members engaged in the specific
caregiving interactions and behaviors. Participants could
also indicate if none of their network members engaged in
the specific caregiving interactions and behaviors.
Responses were recorded such that a ‘1’ was assigned to
each network member named in response to the specific
item, otherwise a ‘0’ was recorded for that item.

Though not directly asked to elaborate on why or why not
certain network members engaged in the elicited interactions
or behaviors, the majority of participants (84%) elaborated on
their rationale for identifying individual network members as
engaging in the specific caregiving interactions and beha-
viors. The interviews were transcribed verbatim. Participants’
responses to each subscale item were extracted from the
transcripts into a database organized by item within con-
struct. A total of 3995 spontaneous utterances (i.e., words
other than network member name or a ‘no one’ response)
were identified from the transcripts for analysis. These
spontaneous utterances were classified as ‘meaningful’ if
they included comments about expectations for caregiving,
family member involvement, and interpretation of the items
assessing malfeasance, nonfeasance, and uplift. The mean-
ingful utterances (n= 882) are the basis of the qualitative
themes that provide context for the constructs.

Caregiving Role Expectations

Participants indicated whether each enumerated network
member was involved in providing direct care to the care
recipient, making care decisions for the care recipient, or
providing support to caregivers. As follow-up, participants
indicated if the enumerated network member was meeting
expectations in their care roles; specifically, were they “help-
ing enough, or should they be doing more or less, with pro-
viding care”, “helping enough, or should they be doing more
or less, in making decisions about care”, and “helping enough,
or should they be doing more or less, in supporting you (the
caregiver)”. For the majority of participants (N= 136), care
roles and caregiving role expectations were assessed through
interview. Transcripts were coded by two independent coders,
resulting in high inter-rater reliability (kappa= 0.98) across
domains. The remainder (N= 30) responded to these ques-
tions within the online enumeration survey.

Analyses

To investigate aim 1 – that is, whether the factor structure
previously identified in the dementia care context was
observed within the current sample of caregivers (Ashida

Table 1 Sample characteristics, M (SD) or n (%) (N= 166 primary
caregivers to 104 relatives)

Mean (SD) or % N

Participant characteristics

Age 42.36 (±10.5) 166

Female 108 (65.2%) 166

Married/Cohabitating 146 (90.1%) 162

Parent 152 (91.6%) 166

College degree or higher 101 (60.8%) 162

Employed full-time 94 (58.0%) 162

White 144 (86.7%) 162

Disease context

Inherited metabolic disease 143 (86.1%) 166

Undiagnosed disease 23 (13.9%) 166

Social network size 19.55 (±10.6) 166

Care recipient characteristics

Age 11.17 (±10.3) 104

Female 47 (45.2%) 104

Years since diagnosis 9.86 (±7.9) 102

Activities of daily living subscales

Behavior 0.56 (±0.66) 102

Social skills 2.03 (±1.4) 100

Life skills 2.78 (±1.3) 102
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et al., 2018) – a confirmatory factor analysis (CFA) was
fitted, allowing for correlated factors. Two models were
fitted, one with uncorrelated errors across items and a sec-
ond which correlated errors among similar items reflecting
opposite sentiments (e.g., who doesn’t spend enough time
and who spends enough time). All models controlled for
within family clustering, with ordered, categorical specifi-
cations for the set of binary items. McDonald’s omegas,
rather than Cronbach’s alphas, were calculated for each
scale based on the resulting CFA as an index of construct
validity, given that this index does not assume tau equiva-
lence among items (Hayes & Coutts, 2020). The CFA
models were fitted using the lavaan package (Rosseel,
2012) in the R Statistical System (R Core Team, 2020).

To address aim 2, a series of logistic regression models,
which are appropriate for a dichotomous outcome variable,
were fitted to evaluate the association between meeting care
role expectations for each network member (unmet= 0,
met= 1) and the number of malfeasant, nonfeasant and
uplifting interactions and behaviors. For each logistic regres-
sion, a series of mixed models were estimated to control for
clustering of network members within participant and family.
All analyses controlled for disease context (i.e., inherited
metabolic conditions or undiagnosed diseases), participant age,
and the source of the role expectation data (i.e., through
interview or online). To assess our hypotheses, we first eval-
uated the association between the caregiving role expectations
and perceived caregiving interactions and behaviors subscales
separately, controlling for covariates. We then fitted a multi-
variate model which included the perceived caregiving inter-
action and behavior subscales jointly, controlling for covariates.
Models were fitted using geepack package (Halekoh et al.,
2006) in the R Statistical System (R Core Team, 2020).

To address aim 3, thematic analysis was conducted by
subscale using the meaningful utterances for each item
comprising the subscale obtained through the semi-
structured interview. Coders (LK, SS) read through the
utterances to identify themes. The team then discussed
themes arising from the coding and identified commonly
occurring perceptions, experiences, and interpretations
relevant to the interpersonal stress and support constructs
across participants. The items prompting exemplar utter-
ances provided in the results are denoted for each quote
using item notation from Table 2.

Results

Aim 1. Confirmatory Factor Analysis for Caregiving
Interactions and Behaviors Subscales

The modified model with correlated errors resulted in a
significantly better fit compared to uncorrelated model

(change in chi-squared= 493.08, df= 6), and the fit indices
reflect adequate to good fit (Sun, 2005; CFI/TLI > 0.90;
RMSEA < 0.06, SRMR < 0.08.). Table 2 provides factor
loadings and construct validities. All factor loadings range
from 0.40 to 0.95, and construct validities as measured by
McDonald’s omega are high (McDonald, 1999). Notably,
construct correlations were significant, with malfeasance
positively correlated with both nonfeasance (r= 0.39) and
uplift (r= 0.45), and nonfeasance negatively correlated with
uplift (r=−0.22).

Aim 2. Association between Caregiving Interactions
and Behaviors Subscales and Care Role Expectations

When looking at each subscale individually, we observe a
negative association between a network member meeting
care role expectations and nonfeasance and malfeasance
(Odds Ratios range between 0.02 and 0.09, ps < 0.001; see
Table 3). Thus, participants indicate that a given network
member is not meeting care role expectations – including
direct care, decisions about care, and support of the care-
giver – when that network member engaged in malfeasant
and nonfeasant care-related interactions and behaviors.
Participants report that network members are meeting
expectations related to support provision when they engage
in uplift (OR= 1.98; p= 0.024); however, uplift was not
associated with meeting expectations related to direct care
or decisions about care. When all three subscales are
included in the models, the effect of malfeasance and
nonfeasance remain for all care roles, but uplift is no longer
significantly related to support role expectations (Table 4).
Given the correlation between subscales, these results
reflect the effects of a given caregiving interaction and
behavior subscale, controlling for the others. Thus, with the
positive correlation between uplift and malfeasance, this
multivariate model controls for the variance in support role
expectations explained by interpersonal ambivalence in
close relationships – or when both malfeasant and uplifting
behaviors are jointly present.

Aim 3. Describing Caregiving Interactions and
Behaviors and How They Relate to Role
Expectations

The qualitative data provided a deeper understanding of the
decision process caregivers used when responding to the
items comprising malfeasant, nonfeasant, and uplifting
caregiving interactions and behaviors – overwhelmingly,
responses were based on expectations regarding network
members’ care involvement. In large part, expectations
were adjusted based on their relative’s care needs, and how
those care needs aligned with network member attributes.
However, socially constructed roles – that is parents,
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grandparents, and aunts or uncles – also played a large part
in setting expectations with regards to how network mem-
bers are involved, resulting in perceived malfeasance and
nonfeasance.

Malfeasance: Experiences with Close Social Ties

Figuring it out together Interactions characterizing mal-
feasance were often described as differences in opinions
about the child’s abilities and care needs or varying
approaches to caregiving among others who are also
actively involved in caregiving activities, such as the
respondent’s spouse or mother. Several caregivers report

that malfeasant interactions often stem from primary stres-
sors of navigating this new role of caring for a child with a
rare condition: “-- finding what works is usually trial and
error and there’s always a lot of arguing.” [M4]. This pro-
cess of trial and error can result in caregivers expressing
differences of opinion – and often those divergent views are
shared among network members who are closest or
involved in daily care (“We have differences of opinions on
what’s right or wrong or how children, you know, shouldn’t
do things, and I think that is frustrating sometimes. But I
think that’s normal in probably every parenting situation.
(laughter) So, I guess I would say …. maybe the ones that
are closest and most involved.” [M2]; “-- I think he’s doing

Table 2 Items, factor loadings, fit statistics, and McDonald’s omegas for caregiving social interactions and behaviors subscales

Items Factor loadings

Malfeasance

M1 Who doesn’t agree with you about what [the care recipient] is able to do for himself/herself? 0.71

M2 With whom do you often become angry regarding caregiving? 0.95

M3 Who becomes angry with you regarding caregiving? 0.94

M4 Who is overly critical of you about caregiving? 0.80

M5 With whom are you overly critical about caregiving? 0.79

M6 Who gives you unwanted advice about caregiving? 0.42

M7 Who lacks patience with [the care recipient]? 0.53

McDonald’s omega Omega= 0.95

Nonfeasance

N1 Who doesn’t spend enough time helping [the care recipient]? 0.93

N2 Who doesn’t provide enough help to primary caregiver(s)? 0.75

N3 Who doesn’t show appreciation for your effort in caregiving? 0.49

N4 Who doesn’t visit or call/e-mail you enough? 0.67

McDonald’s omega Omega= 0.90

Uplift

U1 Who spends enough time helping [the care recipient]? 0.77

U2 Who is very patient with [the care recipient]? 0.62

U3 Who agrees with you about what [the care recipient] is able to do for himself/herself? 0.56

U4 Who provides enough help to primary caregivers? 0.60

U5 Who shows appreciation for your effort in caregiving? 0.70

U6 Who helps you with caregiving? 0.73

U7 Who understands what you are going through with caregiving? 0.62

U8 Who visits or calls/e-mails you enough? 0.40

McDonald’s omega Omega= 0.92

OVERALL FIT INDICES (CFA)

Chi-squared test statistic 1554.46, df= 143

Comparative fit index 0.92

Tucker-Lewis index 0.90

Root mean square error of approximation 0.057; 95% CI: 0.054, 0.059

Standardized root mean squared residual 0.124
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well in one area, and she doesn’t, or vice versa. So, prob-
ably she and I, because we have the most, you know, day to
day experience with him.” [M1]). At times, these differing
opinions result in an expanded view of what is possible, and
thus creating opportunities for the child to develop in ways
that they might not have thought possible:

“but my husband was really like, No, he needs to try
this. I think he can do it. I’ve seen him… And so, you
know, it’s not always all or nothing. You know,
sometimes it just depends on what it’s about. And you
know, as it turns out, my husband was right … And
so, sometimes it’s just kind of stepping out. So -- I

Table 3 Associations between expectations for support and malfeasance, nonfeasance, and uplift (separate models)

Direct care

Model 1.1 Model 1.2 Model 1.3

Predictors Odds ratios CI p Odds ratios CI p Odds ratios CI p

(Intercept) 12.18 4.99–29.75 <0.001 14.83 6.13–35.88 <0.001 7.64 3.05–19.13 <0.001

Source 0.65 0.39–1.09 0.104 0.60 0.36–1.00 0.050 0.59 0.35–1.00 0.049

Disease context [UDP] 1.05 0.58–1.88 0.881 1.14 0.63–2.06 0.657 1.13 0.67–1.90 0.659

Participant age 1.00 0.98–1.02 0.967 1.01 0.98–1.03 0.597 1.01 0.98–1.03 0.628

Malfeasance 0.09 0.03–0.24 <0.001

Nonfeasance 0.02 0.01–0.04 <0.001

Uplift 1.27 0.61–2.67 0.519

N 102fid 102fid 102fid
Observations 2806 2806 2806

Decision making

Model 2.1 Model 2.2 Model 2.3

Predictors Odds ratios CI p Odds ratios CI p Odds ratios CI p

(Intercept) 200.29 43.18–929.01 <0.001 148.35 28.65–768.04 <0.001 159.37 40.27–630.63 <0.001

Source 0.34 0.14–0.86 0.023 0.31 0.13–0.76 0.010 0.33 0.13–0.87 0.025

Disease Context [UDP] 0.83 0.38–1.81 0.635 0.83 0.37–1.87 0.651 0.87 0.39–1.95 0.731

Participant Age 0.98 0.95–1.01 0.148 0.98 0.95–1.02 0.363 0.98 0.95–1.01 0.244

Malfeasance 0.04 0.01–0.09 <0.001

Nonfeasance 0.08 0.03–0.24 <0.001

Uplift 0.41 0.12–1.33 0.137

N 102fid 102fid 102fid
Observations 2754 2754 2754

Support to the caregiver

Model 3.1 Model 3.2 Model 3.3

Predictors Odds ratios CI p Odds ratios CI p Odds ratios CI p

(Intercept) 13.75 4.75–39.83 <0.001 14.93 4.49–49.67 <0.001 6.84 2.46–19.07 <0.001

Source 0.51 0.30–0.87 0.014 0.50 0.28–0.87 0.015 0.47 0.27–0.80 0.006

Disease context [UDP] 0.69 0.41–1.15 0.154 0.68 0.37–1.26 0.224 0.75 0.45–1.25 0.271

Participant age 0.99 0.97–1.02 0.639 1.00 0.98–1.03 0.885 1.00 0.98–1.02 0.949

Malfeasance 0.06 0.02–0.15 <0.001

Nonfeasance 0.02 0.01–0.04 <0.001

Uplift 1.98 1.10–3.59 0.024

N 103fid 103fid 103fid
Observations 2908 2908 2908

Bold values identify statistical significance p < 0.05
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mean, [my husband] and I might disagree sometimes
and have to flesh that out.” [M3].

Strained social ties Malfeasance was also reported with
network members who are not necessarily closely involved
in caregiving. One caregiver explained unwanted advice she
receives from her mother, “She’s always telling us what we
should do. Do this, do that. I’m like, All right, all right. But
any mother does that” [M6]. In some cases, caregivers feel
that the advice they receive is not always relevant or helpful
to their specific situation: “A lot of times she makes com-
ments about how we’re parenting… she doesn’t understand
what we’re dealing with, so some of her comments -- she’s
trying to be helpful and beneficial -- do kind of hurt feel-
ings. So, I would say [name] is more critical. I mean, she
raised … kids with no issues.” [M5]). In other cases,
caregivers experience difficulty observing how network
members interact with the child, leading to a feeling of
malfeasance: “Yeah, that he [grandfather] just has trouble
connecting with them and then whenever he is with them,
not consistent with them,…sometimes [child] gets
angry” [M2].

Nonfeasance: Expectations Based on Social Roles, Family’s
Experience and Caregiver Attributes and Capabilities

It’s parents’ responsibility Many caregivers, primarily
parents, reported that they had no expectations that others
would participate in caregiving activities, thus, others’ lack
of engagement in caregiving activities was mostly justified.
In large part, parents felt that they have the primary
responsibility to provide care to their children, and others
should not be expected to do so: “But those people don’t
have to take care of my kid, you know?” [N1]. In these
cases, expectations are often considered to be met regardless

of the levels of actual involvement: “some of them spend
more time with him than others, but they’re still meeting…
what I would expect for their relationship with him” [N1].
At the same time caregivers may express dissatisfaction
when caregiving responsibilities are not being taken to the
full extent. As one caregiver said, “Although, [the child]
spends 50 percent of his time at their house, they’re often
not there, and pass off responsibilities to daycare and …,
and sometimes extended family.” [N1]. Some parents,
however, expressed that they sometimes wished they had
additional support:

“She’s our child. So, it should fall, but sometimes it,
sometimes it’s like some of the help we have where
you, like, wish they could do more, and they just
either, like, aren’t interested, or they’re not -- or they
just don’t understand -- like, they don’t have a
background enough to be able to help” [N1].

Being part of the child’s life When network member
involvement does not fall in line with role expectations,
caregivers report nonfeasance and disappointment with the
network member. Several caregivers talked about their
expectations for grandparents to spend more time with their
children: “When she [grandmother] comes to visit, she
doesn’t really spend much time interacting with the kids”
[N2]; “They don’t necessarily come down and visit -- as
much as one might expect from retired grandparents who
don’t live that far away. I mean, it seems to me that most
grandparents would want to take advantage of any oppor-
tunity that they had to spend time with their grandkids”
[N2]. These statements suggest that caregivers are not
necessarily expecting others to perform physical care-
related tasks, rather, they want others to be involved or
interested in the child’s life, generally. One caregiver also

Table 4 Associations between expectations for support and malfeasance, nonfeasance, and uplift (combined models)

Direct care support Decision making support Support to the caregiver

Predictors Odds ratios CI p Odds ratios CI p Odds ratios CI p

(Intercept) 20.69*** 8.93–47.97 <0.001 357.34*** 101.83–1253.90 <0.001 16.30*** 4.47–59.47 <0.001

Malfeasance 0.21* 0.05–0.85 0.029 0.09*** 0.03–0.30 <0.001 0.09*** 0.03–0.25 <0.001

Nonfeasance 0.02*** 0.01–0.05 <0.001 0.09*** 0.03–0.32 <0.001 0.03*** 0.01–0.06 <0.001

Uplift 0.72 0.31–1.71 0.460 0.35 0.09–1.30 0.117 1.69 0.85–3.36 0.134

Source 0.66 0.39–1.10 0.110 0.35* 0.15–0.83 0.017 0.51* 0.29–0.90 0.020

Disease context [UDP] 1.19 0.67–2.11 0.545 0.90 0.39–2.07 0.798 0.65 0.35–1.23 0.188

Participant age 1.00 0.98–1.02 0.839 0.98 0.95–1.01 0.126 1.00 0.97–1.02 0.891

N 102fid 102fid 103fid
Observations 2806 2754 2908

*p < 0.05; **p < 0.01; ***p < 0.001

Bold values identify statistical significance p < 0.05
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discussed expectations for their sibling based on family
traditions, “from my experience growing up, my aunts and
uncles were always there for me. And my brother is not
there for my kids. And so, I feel like he could be there more
for helping him, for taking care of him for a weekend or
whatever, if I need a break” [N1]. Thus, caregivers
experience nonfeasance when they perceive a general lack
of involvement, and their expectations may be shaped not
only by socially constructed family roles but also by
family’s past experiences.

Characteristics of network members Network member
attributes can result in adjustments to caregivers’
expectations about members’ involvement in caregiving
to help caregivers cope, or they can result in distress due
to perceptions that expectations are not met. For the
former, the network members’ age (“for their age and
where they’re at in their life, they feel they help enough”
[N1]), geographical proximity (“And, again, it goes back
to distance. I think they want to help out more and …

would try to help out more if they were closer” [N1]),
and time constraints (“my mom wants to spend more
time, but she can’t financially take off of work to do it.
So, that’s a little more understanding” [N1]) were all
characteristics often referred to in caregivers adjusting
expectations.

Network member capacity and interests In addition,
caregivers often discussed network members’ knowledge and
capabilities to help with care when explaining nonfeasance.
Such capabilities were often couched in the individual’s
interest in learning about the child’s condition and care needs:
“it’s really not something they seem capable of or interested
in doing, and that’s fine” [N2]. Caregivers also talked about
how some family members may not feel comfortable: “most
of them feel scared of the environment, I guess, with [child]”
[N2]. And such feelings lead to some caregivers receiving
less support even when network members may have time to
provide it: “they provide a lot more assistance for my sister’s
children than they ever have for mine” [N2]. In some cases,
differential capabilities among members can result in unequal
distribution of care role involvement that creates concerns for
caregivers. As one participant described, “I don’t want to ask
my mom…she’s here all week with the kids. And, you know,
you can see she’s frustrated when she leaves here. And that
shouldn’t be an issue, but it always is. But outside of that,
family, brothers, sisters, aunts, uncles, you know, friends, no.
There’s no additional support” [N2].

Uplift: Unexpected sources of support

When caregivers generally did not expect others to help
with caregiving, they appreciated the support and help

spontaneously provided by others, and such support pro-
vision led to uplifting experiences:

“my aunt, she -- we only see her once a year, but she
never fails to visit when she’s in town, or call, or
email -- you know what I mean? So, I would say yes,
she does, even though that’s only once a year” [U8].

In addition to the roles that family members play, non-
family members also play important and unexpected car-
egiving roles. This statement from a caregiver -- “I mean,
they’ve got lives, too, right? Like, my friend has his own
family and three kids. Like, you know, I’d love to talk to
him all the time, but, you know, I recognize that I’m
probably only going to talk to him once or twice a week”
[U8] -- shows that these friends and neighbors are also
sources of uplift. Caregivers also highlighted the impor-
tance of support provided by others who have similar
experiences in caring for a child with chronic health con-
ditions: “I talk to other [condition] moms on Facebook… I
think they understand that part. I don’t really talk a lot about
it with the other parents because they don’t get it” [U7].

Discussion

We investigated the extent to which social network-based
subscales aimed to assess three constructs of interpersonal
interactions and behaviors (i.e., malfeasance, nonfeasance,
uplift) in older adult caregiving translate to the context of
caring for relatives, primarily children, with rare or
undiagnosed conditions. The results indicate that the sub-
scales appear to be generalizable to this caregiving context
with high construct validity. Furthermore, each subscale
assessing the constructs of malfeasance, nonfeasance, and
uplift are associated with caregivers’ expectations of each
network members’ engagement in care-related activities;
members not meeting caregiver’s expectations are more
likely to exhibit malfeasant and nonfeasant interactions and
behaviors, secondary stressors as described in the Stress
Process Model. And, as hypothesized, caregivers reported
that expectations of support are met for those who engage in
uplifting interactions. These findings suggest that the
quality of network members’ care-related interactions and
behaviors can partly explain whether caregivers’ expecta-
tions of network members’ involvement are satisfied. Thus,
these subscales identify care-related interactions and beha-
viors that can potentially inform strategies to reduce inter-
personal strain and improve interpersonal support for family
caregivers. For example, questions in subscales ask about
network member behaviors, such as calling, visiting, being
critical or angry, showing appreciation, and spending or not
spending time with their affected relative. Interventions
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addressing these behaviors with caregivers and/or other
family members, likely will influence caregiver expecta-
tions that can have implications on their psychosocial well-
being (Ashida et al., 2018).

The qualitative data provided an in-depth understanding of
how malfeasance, nonfeasance, and uplift operate in the
unique context of caring for relatives with rare or undiagnosed
diseases and how they intersect with the key elements of the
Stress Process Model (i.e., primary stressor, secondary stres-
sor, coping resources). As shown in Figure 1, caregivers
explained that primary stressors of caregiving can give rise to
malfeasant interactions (secondary stressors) among heavily
involved caregivers as multiple people try to do what they
believe is best for the child. Interpersonal strain can also arise
from nonfeasant behaviors (secondary stressors), when family
members are not a part of the child’s life in ways that care-
givers view are meaningful. When faced with these primary
and secondary stressors, caregivers may cope by either
adjusting their expectations for their family members or
turning to outside support such as friends or others who also
care for a relative with a rare or undiagnosed disease who
understand and provide uplift that facilitates coping.

The caregivers explained how the expectations they form
about each network member may shape their interpretation
of malfeasant, nonfeasant, and uplifting caregiving inter-
actions and behaviors. Often, these expectations stem from
network members’ social roles and individual attributes, as
well as the care needs of the child. Parents largely see
caregiving as their own responsibility and feel that others
should not have to help. Because of this belief, parents
express difficulties asking for help and try to bear most of
the primary caregiving stress on their own without con-
sidering available interpersonal coping resources. This
makes them vulnerable to caregiving burden as they may
not reach out to others for support even when support is
available; a finding reported previously (Broese van
Groenou et al., 2013). Our results point to the importance of

helping caregivers understand the need to address stressors
by becoming aware of the presence of primary and sec-
ondary stressors, strengthening caregivers’ ability to com-
municate their needs to others, or by increasing awareness
among network members about caregiver needs and how to
offer help.

Secondary stressors associated with malfeasant interactions
mostly occur among those who are actively involved in car-
egiving processes. This result points to the possibility that
aspects of malfeasant interactions and behaviors may be
adaptive as caregivers seek best ways to care for their relative.
High levels of involvement among multiple network members
can result in a need to resolve differences in opinions on how
care should be provided. One might consider differences of
opinion among caregivers to reflect divergent thinking, a
factor that, in conjunction with convergent thinking, can
improve innovation in organizational teams (Cropley, 2006).
Though mostly considered in the context of organizational
teams, these ideas of divergent and convergent thinking may
also be important components to effective caregiving teams.
Differences in opinion and approaches among highly involved
caregivers can result in positive outcomes as caregivers dis-
cuss their differing perspectives and arrive at a shared
approach to caregiving. In such contexts, reducing malfeasant
interactions and behaviors may not be the goal of intervention.

Role-based expectations were also reported as important
considerations in network members’ involvement in care-
related activities. For example, parent caregivers generally
expected that the grandparents, aunts, and uncles of the
child would be part of the child’s life, and experienced
secondary stressors when these members did not show
interest or were not involved at an expected level, thereby
engaging in nonfeasant behaviors. Because the goal of
caregiving often focuses on quality of life rather than
improving health status of the care-recipient in this context
(Nasmith et al., 2013), reducing nonfeasance and improving
the quality of family relationships is particularly important

Secondary Stressors
Social Interac�ons

Primary Stressors
Care tasks

Don’t want to ask 
for help

(“it’s parents’ 
responsibility”)

Nonfeasance: not 
involved in child’s 

life

Malfeasance: 
disagreements in 

care

Coping Resources

Upli�: unexpected 
support (other 

parents)

Adjustment of 
expecta�ons Outcomes

Health and Well-
being

Fig. 1 Stress Process Model in
families caring for children with
rare and undiagnosed diseases
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for both caregivers and care recipients diagnosed with a rare
or undiagnosed condition. Although many caregiver inter-
vention studies focused on reducing malfeasant interactions
(Mendenhall & Mount, 2011), our results highlight the
value of focusing on nonfeasance as it also appears to
function as a secondary stressor. It is important to increase
awareness among network members about the benefits of
social interactions even when they may not help with
direct care.

There were two ways in which caregivers coped with
primary and secondary stressors associated with caring for
their relative: adjusting expectations for family network
member participation and seeking uplifting interactions from
non-family network members. Caregivers reported adjusting
their expectations based on the network members’ attributes
and how they match to the needs of the care recipient.
Caregivers sometimes justified non-participation of network
members based on physical distance, time limitations, and
their interest and ability to interact with the child with ill-
ness. In some cases, caregivers noted that individuals not
knowing how to interact with the child effectively causes
stress to the child and the caregivers themselves; in turn,
caregivers will reduce the opportunity for those individuals
to see the child. Such characteristics as geographic distance
and limited time have also been identified in previous lit-
erature as barriers to caregiving support provision within
networks (Brown & Murphy, 2018; Joseph & Hallman,
1998). Our study further provides insight into how care-
givers refer to these factors to justify the presence of unmet
expectations to cope with the impact of secondary stressors.

Caregivers reported little or no expectations for non-
family members to be involved in direct care or care deci-
sions, and experienced uplift when non-family network
members provided support. Other caregivers, outside of the
family, were identified as especially important sources of
uplift as they shared similar experiences and knew what types
of support and information were needed, serving as important
outside coping resources. The importance of peer caregivers
in providing social support to parents of chronically ill
children has been documented previously (Acri et al., 2017;
Hoagwood et al., 2010). Interactions with other caregiving
parents are largely mutual and uplifting. Thus, they likely
serve as coping resources to help reduce caregiving burden
(Silva et al., 2015). Although parents of children with com-
plex medical conditions value peer support, whether facil-
itating peer caregiver support would improve their emotional
and physical well-being is still unclear (Sartore et al., 2021),
and warrants additional investigation.

Limitations

There are several limitations to consider when interpreting
these results. Families contributing to this work were

recruited through clinical research protocols at the National
Institutes of Health in the United States and advocacy
groups, so it is important to note the potentially self-
selective nature of study participants which may limit
generalizability of these results. Our sample was mostly
white, limiting our ability to understand how caregiving
roles and expectations may vary in families identifying from
other racial or ethnic backgrounds. The relatives being
cared for by our participants are affected by rare genetic
conditions with broad phenotypic variation, which can
influence their care needs and thus, the support needs of
caregivers. The qualitative data arising from this study are
based on participants’ spontaneous utterances, and thus,
represent a sampling of the rationales that caregivers use
when making determinations that network members engage
in nonfeasant, malfeasant, and uplifting interactions and
behaviors. Despite these limitations, this study is novel in
that it provides important information on the interpersonal
landscape surrounding family caregivers of relatives with
rare genetic conditions, and the value of a mixed-methods
approach to understand their experience.

Practice Implications

Caregivers value close family relationships that contribute
to uplift, but family members engaged in uplifting behaviors
may also be directly involved in caregiving tasks that lead
to expression of differing opinions (i.e., malfeasance).
Interventions may need to focus on helping caregivers shift
to connective thinking that recognizes the value of these
differing opinions and identifies ways to jointly establish
strategies to reach common care goals, such as, the child’s
well-being or facilitating their development to their max-
imum potential (Post et al., 2009). It may also be beneficial
to support caregivers in understanding the reasons behind
interpersonal conflict and how to effectively collaborate
with each other to enhance family functioning and support
health and well-being outcomes for those with a rare or
undiagnosed condition (Brown et al., 2017). When these
secondary stressors (i.e., malfeasance, nonfeasance) occur
within the family, it may be necessary for some to turn to
outside coping resources to experience uplift. The network
approach applied here can be used in a clinical setting by
integrating the subscale items into family systems assess-
ments, such as the genogram or colored eco-genetic rela-
tionship map (Peters et al., 2006; Joseph et al., 2023). Doing
so can help families see the multiplex interactions and
behaviors that can arise through their caregiving roles,
disentangling how malfeasant interactions stand alone, or
intersect either with uplift and nonfeasance and potentially
incorporating outside coping resources.

The benefits of increasing uplifting experiences while
reducing nonfeasant interactions are clear. However, the
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importance of addressing nonfeasance has not been con-
sidered much in previous caregiving studies. In describing
nonfeasance, caregivers discussed the importance of others
being a part of the child’s life rather than providing direct
assistance in caregiving. Caregivers also value emotional
support, an interpersonal coping resource (James et al.,
2002). Interventions that consider these interpersonal
mechanisms to facilitate caregiver well-being may help
caregivers (1) become aware of behaviors representing
nonfeasance among the network members, (2) consider
what their expectations may be for those members, and (3)
communicate their desire for how the members may interact
with the child and the family. Such training can be espe-
cially beneficial for caregivers who feel that they should
assume all caregiving responsibilities empowering them to
effectively communicate their needs and desires for others’
involvement. Doing so can potentially increase the fre-
quency of uplifting experiences that can ultimately help
improve their health and quality of life (Collins et al., 2020;
Hatzmann et al., 2009). As well, family members may
benefit from interventions that help them identify how they
may be more involved in ways other than direct care pro-
vision, such as checking in frequently and showing appre-
ciation (Ashida et al., 2018).

Research Implications

Future work should investigate the role of these caregiving
interactions and behaviors in the broader Stress Process
Model, investigating whether the secondary stressors of
interpersonal strain relate to caregiver well-being and health,
and if care-related uplift buffers the stress response. Given
recent work suggesting that caregivers of individuals with
rare disease may be particularly vulnerable to negative health
outcomes (Fitzgerald & Gallagher, 2022), comparative work
that identifies whether such vulnerabilities are due to differ-
ences in primary and secondary stressors, or coping resour-
ces, across different disease contexts (e.g., autism, ADHD,
cerebral palsy) may be a fruitful avenue of inquiry. Here we
found that aspects of malfeasance, nonfeasance, and uplift
may coexist within relationships which represent multiplex
network ties, pointing to a need to understand these network
ties and investigate how they jointly impact caregiver well-
being. For example, future work might investigate whether
malfeasance, when embedded in uplift, adaptive in some
caregiving contexts. Obtaining rich qualitative data in such
efforts will help clarify the meaning of patterns in inter-
personal strain and support and provide insights into what
strategies should be used to reduce caregiver burden. Though
we used the term malfeasance throughout this paper to be
consistent with prior literature, qualitative efforts can also
identify caregivers’ perceived intentionality of these interac-
tions and behaviors, potentially distinguishing between, for

example, malfeasant and misfeasant care-related interactions
and behaviors. Finally, an intervention study can assess
whether reducing the interpersonal stress associated with
malfeasance and nonfeasance by adjusting expectations or
shifting behaviors towards uplift lead to better caregiver and
care-recipient well-being.
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