Case Report

Benign broncho-esophageal fistula in an adult
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Abstract

Tracheoesophageal and bronchoesophageal fistulas are usually diagnosed early in life after an
infant presents with difficulty in feeding or recurrent pneumonia. These conditions rarely present in
adulthood. We report the case of a 65-year-old man who presented with chest discomfort and cough
particularly after meals for three months. Workup including a barium esophagogram revealed broncho-
esophegeal fistula. Dissection of the fistula and pedicled intercostal muscle flap repair was done.

Introduction

Most bronchoesophageal fistulas (BEF) in the adult
population develop as a result of locally advanced
bronchogenic or esophageal malignancy. Benign causes of
BEF are rare and in majority of cases due to trauma or
infection, the most common being granulomatous disease.*
These patients often succumb to sudden aspiration. In
contrast, patients with benign BEF often have a relatively
insidious clinical course. The combination of nonspecific
symptoms and the rarity of benign BEF often result in long
intervals without diagnosis and proper treatment.?
Identification and treatment is required to prevent re-current
infections, chronic lung changes, inflammation, and even
pulmonary sepsis.®

Case Report

A 65 years male presented with chest discomfort and cough
particularly after meals for the last three months. He could
not recollect any incidence of swallowing bones or
sustaining chest trauma. He had occasional dysphasia,
particularly while consuming liquids and drooling of saliva
for one and half months. He was a smoker with occasional
consumption of alcohol for over 35 years. On presentation
to the hospital, the patient had finished a course of
intravenous antibiotics for his chest infection. Despite the
treatment, he complained of increasing cough and nausea
for a month but did not suffer from fever and vomiting.
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Physical examination was unremarkable except for inspiratory
crackles on the left side of his chest. Chest x-ray revealed
calcified retrosternal mass in the anterior mediastinum. Axial
CT images of the chest both with and without intravenous
contrast were obtained which revealed loculated
consolidation left lower lobe, calcified retrosternal anterior
mediastinal mass with suspicious communication of left
bronchus and esophagus.

Barium esophagogram revealed a communication between
the lower esophagus and the left lower lobe bronchus.
Upper gastrointestinal endoscopy showed an abnormal
opening in the esophagus on left wall approximately 30 cm
from incisors, although margin of the opening was smooth
and mucosa was normal. Inflammatory changes were seen
in the lateral segment of left lower lobe in Bronchoscopy
with pus trickling from the periphery of same segment
bronchus.

Patient underwent feeding jejunostomy because of poor
nutritional status and oral feeding was restricted. His general
condition gradually improved and after three weeks he
underwent left posterolateral thoracotomy. A fistulous
communication between lower oesophagus and peripheral
bronchi was identified and in the left lower lobe, there was
a localized lung abscess filled with foul smelling pus.
Fistulous tract was excised and repaired with interposition
intercostals muscle pedicle flap. His post-operative period
was uneventful. On eighth post operative day, barium
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Fig. 1: Pre operative barium study showing broncho-
esophegeal fistula

Fig. 3: Post operative barium Study
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esophagogram was done. There was no leakage and the
patient was allowed to take liquids, subsequently soft and
finally a normal diet.

The patient returned for follow up in the clinic with no
complaints of cough, chest discomfort or dysphagia.

Discussion

In 1916, Heiderich first demonstrated a fistula that coursed
from the esophagus to the right main stem bronchus.* Since
then, only about 120 cases of benign bronch-esophageal
fistula (BEF) have been reported in the world literature. The
largest multi-institution series, published in 1966, discussed
260 cases of benign and malignant fistulas in infants,
children, and adults.> The largest single institutional series
discussing benign BEF in adults was published in 1965 by
Braimbridge and Keith, who reviewed three cases from their
own experience and 20 cases that had been reported in the
literature until then.® Based on this data, they suggested a
classification system which is still in use. Type | fistula
originates at the tip of a wide-necked esophageal
diverticulum. Type Il extends from the esophagus to a lobar
or segmental bronchus. These are most common, comprising
approximately 60% of all broncho-esophageal fistulas. Type
I11 fistulas extend from a bronchogenic cyst to the
esophagus and type 1V from the esophagus to a pulmonary
sequestration. Our patient had a type I fistula.

Broncho-esophageal fistula should be suspected in any
patient who presents with persistent unexplained cough.
This is a rare entity and presentation with relatively
nonspecific symptoms and signs make the diagnosis
challenging.

Barium esophagogram has an important role in the diagnosis
of atracheoesophogeal fistula at any age. However, in adults,
a high degree of suspicion is required to prompt the clinician
to even consider this diagnsosis. CT is a noninvasive study
that can be useful in detecting unsus-pected adult
tracheoesophageal fistulas. Malignant, iatrogenic and
acquired tracheoesophageal fistulas are believed to be more
common in adults than congenital tracheoesophageal
fistulas. They are commonly associated with esophageal
cancer, surgical complications and caustic ingestion.

Early and definitive surgical intervention with meticulous
dissection of the fistula, division, and primary closure of
bronchus and esophagus, along with interposition of viable
tissue (eg, pedicled intercostal muscle flap, omentum,
pericardial fat, or thickened pleura) is the procedure of
choice.” Other treatment modalities include division of the
fistula using a surgical stapling device and endoscopic
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application of sodium hydroxide and acetic acid to both the
bronchial and esophageal sides of the tract.®°

Conclusion

High degree of suspicion is required to make a prompt
diagnosis of broncho-esophageal fistula. This is critical
since early diagnosis and treatment can prevent longterm
sequelae such as dysphagia, recurrent pneumonia,
obstructive and restric-tive ventilatory defects, and airway
hyperreactivity.®
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