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Bronchogenic cysts as a cause of infantile stridor:
case report and literature review
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Abstract
Introduction: Cystic lesions related to the upper airway are an unusual cause of infantile stridor. Such a lesion may exert a
mass effect, with subsequent airway compromise.

Case report: A six-month-old boy was transferred to our unit with a right-sided, level IV neck lump and a three-month
history of chronic cough and, latterly, inspiratory stridor. Computed tomography revealed a large, unilocular, cystic,
cervicothoracic lesion causing marked compression of the trachea. Airway endoscopy subsequently revealed the larynx
to be displaced to the left, with severe external compression of the trachea from just below the subglottic level to
immediately above the carina. The mediastinal lesion was excised via an external approach. The histological diagnosis

was a bronchogenic cyst.

Conclusion: Bronchogenic cysts are a rare cause of infantile stridor, and should be considered in the differential
diagnosis of cystic cervical and mediastinal masses. Surgical excision is the treatment of choice.
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Introduction

The differential diagnosis of childhood stridor includes con-
genital abnormalities of the upper and lower airway, inflam-
matory and neoplastic lesions, vocal fold paralysis, foreign
bodies, and vascular lesions.! Herein, we describe the
unusual case of an infant whose airway symptoms were the
result of a bronchogenic cyst.

The symptoms of bronchogenic cysts are usually due to a
mass effect, with those near the carina producing the most
symptoms and thus being the most commonly reported.>
Common symptoms include cough, wheezing, dyspnoea,
dysphagia, chest pain and stridor.> Symptoms may result
from secondary infection, especially where a patent connec-
tion to the airway is present.* However, up to a third remain
asymptomatic." A combination of rigid airway endoscopy
and computed tomography (CT) or magnetic resonance
imaging (MRI) can provide information regarding the cyst
location and the degree of upper airway narrowing.

Once the diagnosis of bronchogenic cyst is suspected,
total surgical excision should be undertaken even in an
asymptomatic child, to avoid the possible development of
cardio-respiratory compromise.®

To our knowledge, the patient presented below represents
the first reported case of a bronchogenic cyst presenting with
airway obstruction and a cervical mass.

Case report
A six-month-old boy was admitted, via the emergency depart-
ment of his local hospital, with a neck lump and a provisional

diagnosis of croup. He had been born at full term, with no
signs of respiratory compromise. His parents reported that he
had had a persistent cough for the preceding three months,
which was unrelated to feeding but accompanied by inspira-
tory stridor (during coughing attacks). The parents described
one cyanotic episode; this had resolved spontaneously, requir-
ing no intervention. Between coughing attacks, the child main-
tained a steady respiratory rate, but was noted to have subcostal
recession and mild inspiratory stridor.

On examination, a 5 cm mass was noted on the right side
of the child’s lower neck (Figure 1).

He was subsequently transferred to our tertiary referral
centre.

Computed tomography scanning of the neck and thorax
demonstrated a 6 X 4.2 cm, unilocular cyst extending from
just above the carina to above the thoracic inlet. Significant
tracheal narrowing and deviation to the left were noted,
along with dramatic splaying of the great vessels from their
point of origin. The lesion displaced the sternocleidomastoid
muscle, common carotid artery and jugular vein to the right,
and the thyroid lobe to the left (Figure 2).

Based on the clinical picture and the radiological findings,
a working diagnosis of cystic hygroma was established.

In order to assess the mass effect of the cyst on the airway,
and to aid anaesthetic planning, rigid airway endoscopy
was performed (Figure 3). This showed that the larynx was
displaced to the left, but that active movements of the
vocal folds were present and symmetrical. The immediate
subglottis was normal, but the airway quickly became

Presented at the 139th Semon Club Meeting, 21 May 2010, Guy’s Hospital, London, UK

Accepted for publication 12 January 2011

https://doi.org/10.1017/50022215111001502 Published online by Cambridge University Press

First published online 18 July 2011


https://doi.org/10.1017/S0022215111001502

CLINICAL RECORD

FIG. 1
Clinical photographs taken pre-operatively.

laterally compressed, and remained compressed until
approximately 2 cm above the carina. The carina and the
main bronchi appeared normal. There was significant thor-
acic extension, which resulted in dramatic splaying of the
great vessels from their point of origin.

On induction of anaesthesia, significant prolapse of the
mass through the thoracic inlet was noted on inspiration.

At operation, with thoracic surgical support available, the
lesion was approached via a cervical incision. The patient
was positioned with the neck extended. Dissection of the
lesion capsule allowed delivery of the lesion into the neck
(Figure 4). All major neurovascular structures were pre-
served, and there were no post-operative complications.

Post-operative rigid airway endoscopy revealed a good
calibre airway to the carina, with normal, symmetrical move-
ment of both vocal folds.

Successful extubation was performed 11 hours after the
procedure, and feeding was resumed after 24 hours. The
child was discharged 9 days post-operatively.

At the time of writing, the child remained well with no evi-
dence of recurrence.

Histological analysis revealed a cystic specimen, compris-
ing a respiratory-type, ciliated, columnar epithelium lined
cyst with underlying mucous glands and focal cartilage,
along with bundles of smooth muscle. All features were con-
sistent with a diagnosis of bronchogenic cyst.

Discussion
Bronchogenic cysts are remnants of the primitive foregut,
which forms between 26 and 40 weeks’ gestation.” They
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FIG. 2

(a) Coronal computed tomography (CT) image showing marked
external compression and deviation of the trachea. (b) Axial CT
image at the level of the thoracic inlet.

represent abnormal budding of the foregut, and contain
tissue normally found in the trachea and bronchi.®

Bronchogenic cysts account for 10 per cent of all mediast-
inal masses. They tend to occur more often on the right side,
and are more frequent in males.”> Bronchogenic cysts are
usually unilocular, filled with clear fluid, and lined by pseu-
dostratified, ciliated, columnar epithelium and other elements
of the normal respiratory tract (including cartilage, smooth
muscle and glandular tissue).*

Two classification systems exist, based on the location
of the lesion. Maier performed the first successful
surgical cure of a bronchogenic cyst in an infant in 1948,
and classified these cysts as paratracheal, carinal, hilar or
para-oesophageal.” An alternative system was suggested by
Klin et al., whereby the lesion was classified according to
its relation to the trachea, into paratracheal, intraluminal
and intramural types.'’
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investigations performed where appropriate, as surgical exci-
sion provides a reliable cure and reduces the risk of future
morbidity. The airway symptoms of bronchogenic cyst may
alternatively be caused by tracheobronchomalacia (due to
external compression) or cervical cystic hygroma.

We are unable to explain our patient’s consistent, docu-
mented inspiratory stridor, in the presence of significant tra-
cheal compression which one would expect to cause an
expiratory component to the airway noise. The child’s
stridor was considered to be mild in severity, and this may
have hindered detection of any expiratory airway noise.

e Bronchogenic cysts are a rare cause of infantile
stridor, and may rarely present initially with a
cervical mass

e Bronchogenic cysts are a rare differential diagnosis
for cervical cystic lesions

o Surgical excision is the treatment of choice

To our best knowledge, this case represents the first report of
a bronchogenic cyst presenting as a neck mass with airway
symptoms, and highlights this lesion as a differential diagno-
sis for a cystic neck mass in an infant.
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