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ABSTRACT

An esophageal mucocele is an uncommon complication after exclusion surgery of the thoracic esophagus. Although asymptomatic
in most cases, it can progressively enlarge in size to cause symptoms requiring intervention. Occasionally, spontaneous de-
compression of its contents into the neck, mediastinum, peritoneal cavity, or tracheobronchial tree can occur, leading to potentially
serious complications. We present a case of symptomatic esophageal mucocele after esophageal exclusion, complicated by the
formation of an esophagobronchial fistula.

INTRODUCTION

Esophageal exclusion and diversion is an effective surgical technique used in the treatment of esophageal perforations.1 It diverts
secretions, reduces inflammation and infection, and speeds up healing so that reanastomosis can be performed at a later date.
However, reanastomosis or complete resection of the esophagus may not always be feasible because of complex mediastinal
adhesions or inadequate healing of the perforation. In such cases, a neoesophagus (using stomach or colon) is created, and the native
esophagus is permanently excluded.1 An esophageal mucocele is a rare complication that occurs after exclusion of the native
esophagus.2 Esophageal mucoceles may progressively enlarge to compress the heart, airway, or other mediastinal structures, which
leads to symptoms.3 Uncommonly, they may become infected or spontaneously rupture into the mediastinum, abdomen, or
airway.4,5 In this case report, we describe an unusual case of a complicated esophageal mucocele with the formation of an esoph-
agobronchial fistula in a patient who underwent esophageal exclusion surgery for spontaneous esophageal perforation.

CASE REPORT

A 70-year-old woman presented to the emergency department with complaints of progressively worsening dyspnea and heaviness in her
chest for 6 months. She also had an occasional dry cough, but no respiratory or cardiac complaints. She had a history of spontaneous
perforationof theesophagus, 10yearsbefore,whichwas treatedwithesophagealbipolar exclusionanda substernal gastricpull-upprocedure.
A chest radiograph showedmediastinal widening with a posterior mediastinal mass. A thoracic contrast-enhanced computed tomography
(CT) scan showed a tubular middle mediastinal cystic structure with thick walls extending from the thoracic inlet to just below the
diaphragm, suggestive of a mucocele. It was compressing the trachea and the left main bronchus, with a focal bulge on the posterior wall of
the latter (Figure 1). In view of the patient’s symptoms, a CT-guided drainage of themucocele was planned for the following day. However,
the chest scan performed before the procedure showed near-complete decompression of themucocele. The lungs showed new infiltrates in
the rightmiddle lobe, lingula, and anterior segments of the bilateral lower lobes. In addition, a suspicious fistulous communication between
themucocele and the leftmain bronchuswas found (Figure 2). The patient’s vital parameters remained stable with good oxygen saturation,
and the patient had no further respiratory complaints except for amild cough. A diagnosis of a spontaneous esophagobronchial fistula with
aspiration of the mucoid contents was made. Bronchoscopy confirmed the findings of a spontaneously sealed esophagobronchial fistula.

In view of the spontaneous sealing of the fistula and the fact that the patient already had an excluded esophagus, conservative
nonsurgical management was decided upon. The patient remained afebrile and developed no symptoms of secondary infection

ACG Case Rep J 2019;6:e00285. doi:10.14309/crj.0000000000000285. Published online: November 28, 2019

Correspondence: Kumble Seetharama Madhusudhan, MD, Department of Radio Diagnosis, All India Institute of Medical Sciences, Ansari Nagar, New Delhi 110029, India
(drmadhuks@gmail.com).

ACG Case Reports Journal / Volume 6 acgcasereports.com 1

https://doi.org/10.14309/crj.0000000000000285
mailto:drmadhuks@gmail.com
http://acgcasereports.com


because of the aspirated contents, and no antibiotics were ad-
ministered. The patient was kept under close observation for 4
days and then discharged. At a 1-month follow-up, the patient
had no new symptoms, and a chest radiograph showed reso-
lution of the aspirated contents. No further complaints were
seen at a 3-month follow-up.

DISCUSSION

Esophageal mucoceles usually result from a long-standing ex-
cluded esophagus with viable mucosa.3 Hence, it is relatively

common when the esophagus is isolated after esophageal per-
foration or congenital esophageal atresia as compared to caustic
injury. Even in these cases, the size of the mucocele is limited by
the pressure-induced atrophy of the secretory glands, and only
in rare cases do mucoceles become large enough to cause
symptoms. Typical symptoms include respiratory distress, chest
or abdominal pain, vomiting, fever, and weight loss.2,4,6 The
literature specifies a threshold diameter of 5 cm before a muco-
cele becomes symptomatic and causes respiratory distress.3

However, in uncommon cases, smaller lesions can cause
symptoms if they are complicated by infection, the formation of

Figure 1. Thoracic computed tomography (A) coronal, (B–D) axial images at the time of presentation showing a large esophageal mucocele
(asterisk in A and B) extending from the level of the thoracic inlet to the region of the gastroesophageal junction, causing displacement and
indentation of the posterior wall of the trachea (white arrow in B) and left main bronchus (black arrow in C andD). A pulled-up stomach (S in B
and C) is noted in the retrosternal region.
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tracheoesophageal fistulas, or a spontaneous upper- or lower-
endblowout, causing cervical, thoracic, or abdominal abscesses.3

A spontaneous esophago-airway fistula after esophageal ex-
clusion has been described only once before in a case of acha-
lasia of the esophagus complicated by a stricture.5 Although the
pathogenesis is largely unknown, pressure-induced ischemia
and infection have been identified as potential causes.7 Such
a fistula with decompression of the contents of the mucocele
into the airway can lead to significant complications because of
a secondary pulmonary infection. Acute aspiration of massive
contents into the lungs may even lead to sudden death. In this
case, most of the aspirated contents were seen in the anterior
segments of lungs, so it is possible that the prone position of the
patient could have provoked the opening of an impending fis-
tulous communication. Treating surgeons need to be aware of
this potential complication when mucocele excision is per-
formed in prone or semiprone positions.

Although the definitive treatment for symptomatic esophageal
mucocele is surgical resection, catheter drainage with alcohol
ablation of the mucosa has also been performed as an alterna-
tive in surgically unfit patients.3,8 In such patients, preprocedure
imaging must be carefully studied for signs of potential fistulas
to avoid alcohol leakage into the tracheobronchial tree, which
would be a serious complication.

The management of a communication between an excluded
esophagus and the airway is not clear because there is only an
isolated previous report of this condition. The report mentioned
that the patient was managed conservatively and did well apart
from occasional episodes of coughing up copious amounts of
mucoid sputum.5 Generally, esophago-airway fistulas are man-
aged with surgery, stenting, or endoscopic closure because of the
risk of aspiration.9 A few cases of spontaneous closure of such
fistulas after button battery ingestion have also been reported in

pediatric patients.10–12 These spontaneously healed fistulas were
even larger (ranging from 9 to 15mm) than that seen in our case.
Taking into consideration the advanced age of the patient, the
spontaneous sealing of the fistula, the lack of mediastinal or
esophageal air on the CT, and the lack of symptoms, we chose to
manage this patient conservatively, and we were successful.
However, the phenomenon of spontaneous healing in children
maynot be entirely applicable to adults because children generally
have better healing capacity.10–12 Hence, we feel thatmanagement
decisions regarding esophago-airway fistulas after mucocele de-
velopment must be made on a case-by-case basis with vigilant
follow-up of conservatively managed patients.

In summary, esophageal mucoceles after esophageal exclusion
may rarely develop spontaneous esophago-airway fistulas and
can be managed conservatively. Gastroenterologists and treat-
ing surgeons must be aware of this possibility to avoid com-
plications during the follow-up or resection of mucoceles.
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