q_lj PORTUGUESE g
JOURNAL OF ".) Check for updates

l_[-' PEDIATRICS PERMANYER

ORIGINAL ARTICLE

Positive impact on children’s quality of life under non-invasive
home mechanical ventilation — PedsQL application in a
monocentric cohort

Ana Moura-Figueiredo’®*, Joana Amaral?®, Guiomar Oliveira®#c, Nuria Madureira®,

Miguel Félix®¢, and Céndida Cancelinha®%

"Pediatrics Department, Centro Hospitalar do Médio Tejo, Torres Novas; 2Hospital Pediétrico, Centro Hospitalar e Universitario de Coimbra; 3Faculty
of Medicine, University of Coimbra; “Research and Clinical Training Center, Hospital Pediatrico do Centro Hospitalar e Universitario de Coimbra;
5Pediatric Pulmonology Unit, Hospital Pediatrico do Centro Hospitalar e Universitédrio de Coimbra; SPediatric Palliative Care Team, Hospital Pediétrico
do Centro Hospitalar e Universitdrio de Coimbra. Coimbra, Portugal

ORCID: 20000-0003-3463-0193; ®0000-0003-1493-7892; ©0000-0002-7049-1277; 90000-0002-4738-9880; 0000-0003-2973-0413;
'0000-0001-8816-5990

Abstract

Introduction: In home mechanical ventilated (HMV) children, treatment is not based on cure, but rather on preventing mor-
bidity and mortality and promoting their well-being. This study aimed to evaluate the different dimensions of quality of life
(QoL), of HMV children/adolescents of a tertiary pediatric hospital, according to children/adolescents and caregiver’s perspec-
tive, and relating it to sociodemographic and clinical characteristics. Methods: We studied families who integrated the
home- ventilation program. The PedsQL™ questionnaire was answered by children/adolescents and their caregivers. Socio-
demographic and clinical information was recorded. Results: 46 parents and 39 children/adolescents’ questionnaires were
answered. The median of the average duration of ventilatory support was 3,5y. 60,9% attend full-time school. The average of
general QoL, according to parents and children/adolescents, was 61,6 and 64,0, respectively, with a strong correlation between
two groups (r = 0,691). Children/adolescents showed higher scores for all dimensions of QoL. In the physical dimension a
very strong correlation between groups was verified. For both groups it was found that psychosocial dimension is the best
predictor of QoL. Discussion/conclusion: Parents and children/adolescents shared the same perspective about QoL, with a
good correlation between answers of both groups, concluding that home ventilation is an acceptable medical strategy and has
impact in QoL for both.
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Impacto positivo na qualidade de vida de criangas sob ventilagdo mecénica ndo invasiva
domiciliar — aplicagdo PedsQL em uma coorte monocéntrica

Resumo

Introducao: Nas criancas dependentes de ventilagao cronica no domicilio, o tratamento ndo tem por base a cura, mas
sim a prevencdo da morbimortalidade e promocéo do seu bem-estar. Este estudo pretendeu avaliar as diferentes
dimensdes da qualidade de vida (QV), em criangas/adolescentes sob ventilagdo mecénica domicilidria de um hospital
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pediatrico terciario, de acordo com a perspetiva dos proprios e dos seus cuidadores, relacionando-a com caracteristicas
sociodemograficas e clinicas. Métodos: Foram estudadas familias que integravam um programa de ventilagdo no domi-
cilio. O questionario PedsQL™ foi respondido por criangas/adolescentes e seus cuidadores. Foram recolhidas variaveis
clinicas e sociodemogra- ficas. Resultados: Responderam 46 pais e 39 criancas/adolescentes. A mediana do tempo de
suporte ventilatério foi 3,5 anos. 60,9% frequentaram a escola a tempo inteiro. As médias da QV geral segundo pais e
criangas/adolescentes foram 61,6 e 64,0, respetivamente, com forte correlagcdo entre os dois grupos (r = 0,691). As
criangas/adolescentes apresentaram scores mais elevados para todas as dimensdes de QV. Na dimensao fisica verifi-
cou-se uma forte correlagdo entre os grupos. Para ambos os grupos constatou-se que a dimensao psicossocial é o
melhor preditor de QV. Discussao/conclusao: Pais e crian- cas/adolescentes partilham a mesma perspetiva sobre a QV,
com boa correlagao entre as respostas, concluindo-se que a ventilagdo no domicilio € uma estratégia médica aceitavel

e com impacto na QV para ambos.

Palavras chave: Qualidade de vida. Ventilagdo n&o invasiva. Criangas. Adolescentes.

Keypoints

What is known

— In home mechanical ventilated (HMV) children, treatment is
not based on cure, but rather on pre perspecventing morbidity
and mortality and promoting their well-being.

— Since HMV became an option, in the beginning of 80’s,
several studies appeared, evaluating its medical and eco-
nomical components, but few focused in patients QoL.

What is added

— To demonstrate that in general, parents and children/ado-
lescents share the same positive, with good correlation be-
tween answers.

— Home ventilation is an acceptable medical strategy and has
impact in QoL for both, parents and the children/
adolescents.

Introduction

In the last decades there has been a progressive
increase in the number of children in need for prolonged
mechanical ventilation'. This growth, along with the
increasing pressure for hospital discharge and cost
reduction, has led to the establishment of home mechan-
ical ventilation programs'“. For children in need for
chronic home mechanical ventilation (HMV) the treat-
ment goal is not a cure, but instead mortality and mor-
bidity prevention as well as well-being promotion. By
reducing morbidity, the child and its family’s quality of life
(Qol) increases, allowing a better social reintegration®.

In 1993, for the first time in Portugal, a HMV program
for chronic respiratory insufficiency patients was estab-
lished in Coimbra’s University Pediatric Hospital'*®.
Since then, two hundred children and adolescents took
part in this program. Health related QoL (HRQolL) is a
subjective, multidimensional concept encompassing
many elements such as physical, psychologic, social
and behavioral wellbeing and function as perceived by
individuals®’. QoL evaluation has been increasingly
important as a fundamental measure to corroborate
health interventions’ efficacy’. Since HMV became an
option, in the beginning of the 80’s, several studies
appeared, evaluating its medical and economical
components, but few focused in patients QoL®. Most
studies describing impact of ventilation refer to adults

or to larger groups that included children, but those who
focused only on the latter were scarce®. In Portugal
there is not any published study approaching the impact
of HMV in children and adolescents’ QoL.

In this study, authors intend to evaluate QoL in children
and adolescents under non-invasive HMV, according to
their own and their caregivers’ perspective in a university
pediatric hospital (group Ill) in the Center Region of Portugal,
to understand which dimensions (physical, emotional,
social and scholar) are most influenced in QoL and to relate
it with sociodemographic and clinical features of patients.

Methods

Sample characterization

A cross-sectional cohort study was performed with
families integrated in a level Ill university pediatric hos-
pital home ventilation program, for a period of 8 months
(from June 2016 to January 2017).

Inclusion criteria were the following: children/adoles-
cents under home non-invasive ventilation (NIV) for at
least six months, aged two or more years of age (at the
time of study period). In children between two and eight
years of age, the questionary was answered by their
parents. Informed consent was obtained from their par-
ents in all situations.
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Evaluation tool characterization

QoL questionnaire application, Portuguese version of
“Pediatric Quality of Life Inventory™ (PedsQL™)"'°,
self-filling, anonymous, with answers based on the
Likert scale, with five minutes estimated filling time.
Consent for this questionnaire use was obtained
through the online platform ePROVIDE™.

PedsQL™ is a generic tool for measuring, monitor-
ing and evaluating HRQoL in healthy children and
adolescents, as well as with those in acute or chronic
conditions. It is comprised of 23 items, separated in
four dimensions: physical functionality (8 items), emo-
tional functionality (5 items), social functionality
(5 items) and scholar functionality (5 items). Questions
are related to a problem in the last month, scored in
a scale of 0 to 4, where 0 represents “it is never a
problem” and 4 “it is always a problem”. This score
was posteriorly converted in a scale of 0 to 100 (0 =
100, 1 = 75,2 =50, 3 = 25 and 4 = 0). Higher scores
indicate higher QoL. In the end, adding each dimen-
sion items (in the 0-100 scale) and dividing by the
number of items that each other has, a specific QoL
value was obtain for each dimension. The overall QoL
value is achieved adding the 4 dimensions totals and
dividing by 4. Beyond these dimensions, a psychoso-
cial dimension was also created by adding the emo-
tional, social and scholar totals and dividing by 3.
Dimensions lacking more than 50% answered of the
items were excluded.

This tool is applicable to children and adolescents
between the age of 2 and 18 years, in two formats: one
self-filling for the children and one to be filled by the
parents about their child. The self-filling questionnaire
for children was applied in the ages between 8 and
12 years and 13 and 18 years, all of which with answer
ability. The parent-filling questionnaire was applied in
the ages between 2 and 4 years (very small children),
5 and 7 years (small children), 8 and 12 years (children)
and 13 and 18 years (adolescents).

The questionnaire and informed consent were deliv-
ered to the children/adolescents and their caregivers
by the nursing team that carried the pre-appointment
triage, filled anonymously, and returned, in a sealed
envelope, to the consulting physician that afterwards
delivered them to the research team.

Sociodemographic variables were collected, as age,
gender and school attendance (full time, partial time or
no attendance), clinical variables, ventilation support
time, ventilation mode (continuous positive airway pres-
sure — CPAP - or bilevel positive airway pressure —
BiPAP), type of interface (nasal, oro-nasal or facial

mask), average daily ventilation duration (between 0 to
8 hours, 8 to 16 hours or more than 16 hours), ventila-
tion compliance considering the number of nights under
ventilation registered in the ventilator electronic record
(classified as insufficient if less than 50%, acceptable
if 50 to 80% or good/very good if more than 80%), pri-
mary diagnosis and associated comorbidities. Primary
diagnoses that prompted the beginning of the ventila-
tion were organized into seven groups: central hypoven-
tilation, airway obstruction, chronic pulmonary disease,
neuromuscular disease, genetic syndrome, hereditary
metabolic disease and neurologic disease.

Statistical analysis

Obtained data was processed with Microsoft Office
Excel 2013® and their inferential and descriptive anal-
ysis were carried with Statistical Package for the Social
Sciences® software (SPSS®, version 24.0). Statistical
tests were evaluated using a 5% significance level.

Quantitative variables normality was tested using
Shapiro-Wilk and  Kolmogorov-Smirnov  tests.
Qualitative variables values were displayed according
to their absolute and relative frequency, as quantita-
tive variables values were displayed by median, inter-
quartile range and extremes (maximum and minimum)
for the age and ventilatory support duration variables
and by average + standard deviation or median for
QoL related variables.

General QoL according to parents was compared
with general QoL according to children and was pos-
teriorly grouped into three levels of life quality — low
(0-33), medium (34-66) and high (67-100) — according
to the results obtained through PedsQL™. Values
according to parents obtained in each dimension (phys-
ical, emotional, social, scholar and psychosocial) were
also compared with values according to children, for
each respective dimension.

To analyze a potential correlation between the values
according to parents and children, Pearson coefficient
was used for normal distribution variables and Spearman
coefficient for non-normal distribution variables.

Comparison between general QoL, according to par-
ents and children, and average daily ventilation time
(0-8 hours and 8-16 hours) was made using t-Student
test for independent samples.

To compare general QoL, according to parents and
children, with ventilation type (CPAP and BiPAP) and
interface type (nasal and oro-nasal), Mann-Whitney U
test was used.

General QoL, according to parents and children, was
also compared with ventilation compliance using the
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Kruskal-Wallis test. Post-hoc testing was performed to
compare averages between each pair of groups, using
Dunn correlation for multiple comparisons.

Spearman coefficient was used to analyze a potential
correlation between QoL, according to parents and
children and average ventilation time.

To compare different dimensions related to QoL
(physical, emotional, social, scholar and psychosocial),
according to parents and children, with average daily
ventilation time, parametric tests were used for normal
distribution variables, t-Student test for independent
samples and non-parametric tests for non-normal dis-
tribution variables, Mann-Whitney U test.

To establish a comparison between the different studied
dimensions with ventilation type, interface type and venti-
lation compliance, non-parametric tests were used,
namely Mann-Whitney U test for ventilation type and inter-
face type and Kruskal-Wallis test for ventilation compli-
ance. When using the latter, post-hoc testing was carried
to compare averages between each pair of groups, using
Dunn correlation for multiple comparisons.

To test the influence that physical and psychosocial
dimension have in general QoL, according to parents
and children, linear regression analysis was completed
using the Enter method.

Results

During the study period, 46 children and adolescents
undergoing non-invasive home ventilation were
included, representing 60,5% of children/adolescents
followed in the Pulmonology clinic at a pediatric tertiary
hospital, that met the inclusion criteria. A total of 46
parents and 39 children answered the questionnaire,
with a 100% response rate. Seven children did not
answer due to their age (under 8 years-old). Clinical
and sociodemographic variables are shown in Table 1.

Results obtained for general QoL between
Parents and children/adolescents scores

Fig. 1 shows the results of the comparison between
general QoL according to parents and children/adoles-
cents, mean score + SD respectively (64,0 + 21,3; 61,6
+ 17,6). There was a statistically significant and strong
correlation between the two scores obtained (r = 0,691,
p < 0,001).

Diagnostic group

No inferential analysis was performed due to the
small sample size. Therefore, no differences were

Table 1. Sociodemographic and clinical variables of
children enrolled in the study

Number of patients 46, male 26 (56,5%)

Patient age range Median 13 years-old,
1QR 9-16 years-old,
range 2-19 years-old
2-4 years-old: 5 (10.9%)
5-7 years-old: 2 (4.3%)
8-12 years-old: 14 (30.4%)
> 13 years-old: 25 (54.3%)

Full time: 28 (60.9%)
Partial time: 9 (19.6%)
No attendance: 5 (10.9%)

School attendance

Ventilatory support time Median 3,5 years, IQR 1.8-6.2 years,

range 0.5-17 years

BiPAP: 37 (80.4%)
CPAP: 9 (19.6%)

Ventilation mode

Oro-nasal: 35 (76.1%)
Nasal: 11 (23.9%)
Facial: 0 (0%)

Interface type

0-8 h: 29 (63%)
8-16 h: 17 (37%)
> 16 h: 0 (0%)

Daily ventilation duration

Compliance Good/very good: 32 (69.6%)
Acceptable: 10 (21.7%)

Insufficient: 4 (8.7%)

Neuromuscular disease: 14 (30.4%)
Airway obstruction: 13 (28.3%)
Genetic syndrome: 10 (21.%)
Chronic pulmonary

disease: 4 (8.7%)

Central hypoventilation: 3 (6.5%)
Metabolic disease: 1 (2.2%)
Neurologic disease: 1 (2.2%)

Diagnostic group

BiPAP: bilevel positive airway pressure; CPAP: continuous positive airway
pressure; |QR: interquartile range.

found between diagnostic groups. Scores results are
showed in Table 2.

Average daily ventilation time

General QoL of children/adolescents with ventilation
between 0-8 hours daily duration was found not to be
significantly different from children/adolescents with
8-16 hours daily duration, neither for parents nor chil-
dren/adolescents (p = 0.295 and p = 0.693) (Table 3).

Mode of ventilation

General QoL, according to parents and children/ado-
lescents, was not significantly different depending on
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Figure 1. General QoL according to parents and children/
adolescents.

Table 2. Quality of life to parents and children/
adolescents, according to diagnostic groups

Diagnostic groups General QoL General QoL
(Parents) (children/adolescents)

Neuromuscular 55.0 62.3
disease (n = 14)

Airway obstruction 63.7 70.8
(n=13)

Genetic syndrome 59.8 57.5
(n=10)

Chronic pulmonary 76.4 80.2
disease (n = 4)

Central 81.7 83.1
hypoventilation (n = 3)

Metabolic disease 51.1 234
(n=1)

Neurologic disease 53.0 53.0
(n=1)

the mode of ventilation used (CPAP or BiPAP) (p = 0.070
and p = 0.242) (Table 3).

Type of interface

It was found that the general QoL, according to par-
ents, with oro-nasal interface was not significantly
different from the general QoL with nasal inter
face (p = 0.867) (Table 3). According to children and
adolescents, it was found that general QoL was signifi-
cantly lower with oro-nasal interface than with nasal
interface (median 65.8 vs 87.0, respectively, p = 0.036)
(Table 3).

Ventilation compliance

Regarding general QoL, comparing between parents
and children/adolescents, there was a statistically sig-
nificantly difference with ventilation compliance
(p = 0.019 and p = 0.044) (Table 3). For both, there is
a higher QoL with good/very good compliance when
compared with insufficient compliance (median 62.6 vs
31.3 for parents and median 70.6 vs 40.3 for children/
adolescents) (Table 3).

Correlation with ventilatory support
duration

Assessing the general QoL according to the dura-
tion of ventilatory support, a positive and weak cor-
relation was established (p = 0.341) between the
variables for parents (Fig. 2). Despite the positive
correlation between QoL and ventilatory support dura-
tion in children/adolescents, it had a very weak cor-
relation (p = 0.191) without statistical significancy (p
= 0.245) (Fig. 2).

Results obtained for dimensions of
general QoL between

Parents and children/adolescents scores

A comparative analysis was done between all dimen-
sions of general QoL, according to parents and chil-
dren/adolescents, with globally higher scores in all
dimensions for children/adolescents’ group. The com-
parison between different dimensions of QoL, accord-
ing to the perspective of parents and children/
adolescents, showed that a general QoL increase fol-
lows an increase in all dimensions (r = 0.833 for phys-
ical dimension, r = 0.547 for emotional dimension, p =
0.492 for social dimension and p = 0.546 for scholar
dimension).

Diagnostic group

No inferential analysis was performed due to the
small sample size.

Average daily ventilation duration

According to parents and children/adolescents, there
were no significant differences between 0-8 hours
versus 8-16 hours for the physical, emotional, social
and scholar dimensions (p > 0.05) (Table 4).
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Table 3. Quality of life, according to parents and children/adolescents, according to average daily ventilation
duration, mode of ventilation, type of interface and ventilation compliance type

General QoL (parents) p-value
and range (parents)

Average daily ventilation duration

0-8h (n = 29) 55,5 (27,0-95,0)
8-16h (n = 17) 69,8 (39,4-89,8)
Ventilation mode
BiPAP (n = 37) 55,5 (27,0-95,0)
CPAP (n =9) 71,7 (50,8-84,8)
Type of interface
Oro-nasal (n = 35) 61,9 (27,0-89,8)
Nasal (n = 11) 48,4 (45,4-95,0)
Ventilation compliance type
Good/very good (n = 32) 62,6 (27,3-95,0)
Acceptable (n = 10) 69,2 (45,2-82,8)
Insufficient (n = 4) 31,3 (27,0-51,3)
C/A: children/adolescents.
100, o . . . o p=0341
§ 80 ..' s ' 8 ¢ @ General QoL (parents)
s 60 s PO o
g b J e " (Children/Adolescent: )
.Z; 40 i . s —— et
S 20 o o d e Linear (General QoL
g (Children/Adolescents)

0 2 4 6 8 10 12 14 16 18

Ventilatory support duration (years)

Figure 2. Correlation between general quality of life and
ventilatory support duration.

Mode of ventilation

According to parents, there were statistically significant
differences between CPAP and BiPAP, for the physical
and social dimensions (median 74.6, p = 0.016 and median
80.6, p = 0.015, respectively) (Table 4). To children/ado-
lescents there were no statistically significant differences
for any dimensions (p > 0.05) (Table 4).

Type of interface

For every studied QoL dimensions, according to par-
ents, there were no statistically significant differences
between interface types (p = 0.05) (Table 4). According
to the children/adolescents, and considering the scholar
dimension, there was a statistically significant differ-
ence between interface types, with higher values in
nasal interface (median 84.0 vs 572, p = 0.012)
(Table 4).

General QoL (C/A)
and range

p = 0,295 65,9 (16,7-98,9) p =0,693
62,0 (23,4-91,1)

p=0070 64,9 (16,7-98,8) p =0,242
71,4 (42,7-96,9)

p = 0,867 65,8 (16,7-91,1) p =0,036
87,0 (58,0-98,8)

p=0019 70,6 (23,4-98,8) p = 0,044

62,8 (16,7-89,1)
40,3 (18,0-59,1)

Ventilation compliance type

For the parents there were statistically significant
differences between physical and emotional dimen-
sions between children/adolescents with insufficient
and good/very good compliance (median 25.8 vs 61.1,
p = 0.042 and median 32.5 vs 65.3, p = 0.048, respec-
tively) (Table 4). For other dimensions (social and
scholar) there were not statistically significant differ-
ences (p = 0.05) (Table 4). According to children/ado-
lescents’ answers, there were statistically significant
differences between insufficient and good/very good
compliance to physical dimension (p = 0.029) (Table 4).

Psychosocial dimension

As for psychosocial dimension, comparing with other
studied dimensions, according to parents, only the dif-
ference between ventilation compliance type was sta-
tistically significant [x? (2) = 6.433, p = 0.040], namely
between insufficient and good/very good compliance
(85.3 vs 64.,3, p = 0.037). There were no statistically
significant differences between insufficient and accept-
able compliance (p = 0.077) and acceptable and good/
very good compliance (p = 1.000). According to chil-
dren and adolescents, in psychosocial dimension,
there was a higher QoL with nasal interface (median
65.0) than oro-nasal interface (median 88.3) (U = 43.,5;
p = 0.031).
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Table 4. Quality of life dimensions, according to parents and children/adolescents, according to average daily
ventilation duration, mode of ventilation, type of interface and ventilation compliance type

General QoL (mean)

Physical dimension Scholar dimension
I 7 N 7S R T BT T

Average daily ventilation duration

0-8h (n = 29) 53,3 58,5
8-16h (n = 17) 65,8 63,0
p-value 0,905 0,874

Ventilation mode

BiPAP (n = 37) 54,2 55,8
CPAP (n=9) 74,6 71,7
p-value 0,016 0,090

Type of interface

Oro-nasal (n = 35) 58,5 58,0
Nasal (n = 11) 56,9 72,5
p-value 0,911 0,331

Ventilation compliance type

Good/very good (n = 32) 61,1 65,6
Acceptable (n =10) 63,7 60,3
Insufficient (n = 4) 25,8 22,7
p-value 0,042 0,029

P: parents; C/A: children/adolescents.

Comparison between physical and
psychosocial dimensions with general
QoL, according to parents and children/
adolescents scores

The results showed that both physical and psycho-
social dimensions influence the general QoL, despite
psychosocial dimension showing higher correlation
score for both parents and children/adolescents
(B =0.703/p = 0.793 vs B = 0.391/B = 0.333).

Discussion

HRQoL has been increasingly acknowledged as a
significant result in pediatric health care practice'’.
Therefore, in the last decade there has been a sharp
increase in development and use of HRQoL evaluation
tools in pediatric age in order to improve children’s
health and well-being and to determine provided ser-
vices' efficacy''2. To this date, many studies focused
on QoL analysis in adults with several chronic diseases
but there is a relative absence of similar studies dedi-
cated to pediatrics®'2.

Home mechanical ventilation use was hypothetically
associated with lower HRQoL levels in pediatric age'
and health care professionals initially underestimated
QoL in children with serious conditions'*®,

58,8 66,0 57,2 67,4 52,1 62,8
65,3 62,9 75,3 63,8 60,3 56,7
0,501 0,558 0,061 0,633 0,894 0,543
61,2 64,8 60,3 62,7 55,1 59,8
61,9 65,7 80,6 81.4 56,3 65,0
0,901 0,898 0,015 0,102 0,850 0,545
62,3 62,8 64,8 63,1 55,8 57,2
57,8 79,0 62,2 86,0 53,5 84,0
0,660 0,089 0,632 0,058 0,761 0,012
65,3 68,5 66,6 69,4 57,0 64,4
61,3 60,7 64,4 62,9 59,4 62,9
32,5 50,0 47,5 51,3 35,0 33,8
0,048 0,145 0,292 0,418 0,116 0,121

Some existing studies involving children in need of
chronic home ventilation evaluated QoL through
questionnaires filled only by the parents', since chil-
dren can be considered unreliable, and for that reason,
initial attempts to evaluate children HRQoL were based
in data given mainly by mothers'®. Parents mostly rate
their child’s QoL lower than children/adolescents
themselves'”.

In our study, comparing both perspectives, general
QoL median score, according to parents and children/
adolescents, is very similar, as described by a Canadian
study'®. When comparing general QoL results with pre-
vious studies using PedsQL™, we can conclude that
the scores of our study were superior to those obtained
by a Canadian study (parents 35,4/children 33,2)'
and similar to a Spanish study (parents 52,1/children
61,4)'°, as approximately 90% of children/adolescents
participating in our study reported a general QoL score
medium or high. In a Swedish study, where a similar
questionnaire was used, scores of HRQoL obtained by
parents were comparable to our study?°.

Other studies showed higher general QoL values for
healthy children/adolescents (averaging 76.8-88.9)
when comparing QoL scores obtain in the current study
(averaging 64.0 by children/adolescents and 61.2 by
parents)®''. These findings were also confirmed in a
recently published revision article’”.
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In our study, the majority (80.5%) of school age chil-
dren/adolescents attend school regularly, similarly to a
Canadian study (more than 80%)'é. Besides, in our
sample, 60.9% attend school in a full-time regime,
higher than the mentioned study (46.7%)'8.

Concerning different diagnostic groups, an American
study concluded that there was not any statistically sig-
nificant differences between disease types®. In our
study, no inferential analysis was performed due to the
small sample size. Two Malaysian and Spanish stud-
ies'®?" showed a superior general QoL score in respi-
ratory tract disease groups. Interestingly, QoL score
was almost always superior when answered by children/
adolescents comparing to parents, similarly to a Spanish
study'® and contrasting with a Canadian study'®, where
the authors used the same questionnaire.

No publications were found that compared general
QoL between average daily ventilation, type of ventila-
tion, type of interface and compliance to ventilation.

According to parents, general QoL was correlated
with ventilatory support duration (in years), unlike what
was found in the Canadian study'®.

The biggest difference in perspective was found in the
schooling dimension, similarly to an English study®.
Physical dimension showed the strongest correlation
between obtained scores, as stated by a Brazilian
study", and, on the contrary, social dimension showed
the weakest, which shows that parents and children/
adolescents concur more in the influence of physical
component in children/adolescents’ QoL. Other studies
describe physical dimension as the one with the lowest
scores, which is corroborated by our study in children’s
response'®?2, approaching the score obtained in scholar
dimension.

Ventilation mode and ventilation compliance, accord-
ing to parents, was what influenced children/adoles-
cents’ QoL at a physical level. To them, social and
emotional QoL are also influenced by these variables,
respectively.

When comparing average scores in isolated dimen-
sions with psychosocial component’s average score, it
is possible to conclude that emotional and social com-
ponents have a more positive influence in psychosocial
dimension than scholar dimension, which shows lower
average scores.

When evaluating which dimension, physical or psy-
chosocial, has more impact in general QoL, parents and
children/adolescents agree that psychosocial has more
relevance. This is also observed in a study enrolling
children with Duchenne’s Muscular Dystrophy, showing
that disease may affect family functioning more severely
in psychosocial terms, than in physical terms®. These

data suggest the importance of multi- disciplinary
approach to children with respiratory chronic disease,
namely psychological support.

One limitation of this study is the small sample size
obtained which, although we find them representative
of the followed patient group in consultation, limits
some results interpretation.

The fact that questionnaires were filled out before the
consultation and delivered, even in a sealed envelope,
to the responsible physician, may constitute a bias in
the type of answers obtained.

The instrument used (PedsQL™) is not disease spe-
cific and therefore does not provide detailed information
on specific factors that vary according to the underlying
pathology and may influence QoL in chronically venti-
lated children/adolescents at home. To our knowledge,
there is no known validated Portuguese QoL question-
naire related to specific complex chronic diseases.

In conclusion, this study showed that, in general,
parents and children/adolescents share the same per-
spective, with a good correlation between answers,
concluding that home ventilation is an acceptable med-
ical strategy and has impact in QoL for both.

Even though children/adolescents under chronic
home ventilation show lower QoL scores when
compared with healthy children’s, surprisingly, they are
not as low as expected.

In future studies, determining children and adoles-
cents’ QoL before starting home ventilation would be
important to understand the impact of these programs
in QoL. Considering that chronic illness is a potential
source of family stress, further assessing caregivers’
QoL is also recommended.
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