& frontiers | Frontiers in Medicine

@ Check for updates

OPEN ACCESS

EDITED BY
Yousef Shahin,

The University of Sheffield,
United Kingdom

REVIEWED BY
Sanjay Chandnani,

Topiwala National Medical College and
BYL Nair Charitable Hospital, India
Patrick Zardo,

Hannover Medical School, Germany

*CORRESPONDENCE
Luis Mauricio Batalin Junior
luisbatalin@gmail.com
Suzana Erico Tanni
suzanapneumo@gmail.com

SPECIALTY SECTION

This article was submitted to
Pulmonary Medicine,

a section of the journal
Frontiers in Medicine

RECEIVED 20 October 2022
ACCEPTED 23 November 2022
PUBLISHED 16 December 2022

CITATION

Batalin Junior LM, Zandona MCeSS,
Vargas TA, Oliveira JCd,

Chiappetto JRS, Oliveira CV,

Romeiro FG and Tanni SE (2022) Case
report: Biliobronchial fistula after
biliary tract stenosis.

Front. Med. 9:1075745.

doi: 10.3389/fmed.2022.1075745

COPYRIGHT

© 2022 Batalin Junior, Zandona,
Vargas, Oliveira, Chiappetto, Oliveira,
Romeiro and Tanni. This is an
open-access article distributed under
the terms of the Creative Commons
Attribution License (CC BY). The use,
distribution or reproduction in other
forums is permitted, provided the
original author(s) and the copyright
owner(s) are credited and that the
original publication in this journal is
cited, in accordance with accepted
academic practice. No use, distribution
or reproduction is permitted which
does not comply with these terms.

Frontiersin Medicine

TvPE Case Report
PUBLISHED 16 December 2022
pol 10.3389/fmed.2022.1075745

Case report: Biliobronchial
fistula after biliary tract stenosis

Luis Mauricio Batalin Junior®?*,

Mariana Conceicdo e Silva Seleme Zandona'?,

Thomaz Almeida Vargas'?, Julio Cesar de Oliveira'?,
Juliana Rocha Souza Chiappetto'?, Cassio Vieira Oliveiral?,
Fernando Gomes Romeiro'? and Suzana Erico Tanni'?*

tPulmonary Division of Internal Medicine, Botucatu School of Medicine—UNESP, Sdo Paulo, Brazil,
2Gastroenterology Division of Internal Medicine, Botucatu School of Medicine—UNESP, Sdo Paulo,
Brazil

Biliobronchial fistula (BBF) is a rare abnormality resulting from congenital
or acquired communication between the bile ducts and the bronchial
tree. Patients often suffer from chronic cough, dyspnea, and bilioptysis, a
pathognomonic symptom of this condition. Conservative methods such as
less-invasive procedures are gradually consolidating. Nonetheless, surgery
remains the primary treatment, especially in more complex cases. We
present the case of a 44-year-old woman with a chronic cough, no verified
periods of fever, cyclic jaundice, and episodes of yellowish sputum. She
had undergone cholecystectomy in 2018 and had been hospitalized several
times since for pneumonia treatment. All consequent investigations for
mycobacteriosis were negative. When referred to our hospital, she had cyclic
jaundice and parenchymal consolidation in the right lower lobe. Suspected
bilioptysis motivated the search for a biliobronchial fistula. Magnetic resonance
cholangiography (MRC) confirmed stenosis of the biliary tract and fistulous
path, and sputum analysis indicated high bilirubin levels. External biliary bypass
was performed as an initial conservative and definitive therapy due to the
presence of liver cirrhosis. Although BBF is a rare condition when bilioptysis
is suspected, a diagnostic investigation should be initiated. Our case study
proposes two criteria for diagnosis: an imaging exam demonstrating the
fistulous path and confirmation of bilirubin in the sputum or bronchoalveolar
lavage (BAL). When diagnosed, surgical correction should be performed.
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Introduction

Peacock first described biliobronchial fistula (BBF) in 1850 as a rare abnormality
resulting from the pathological communication between the bile ducts and the bronchial
tree (1). Its underlying cause can be congenital or acquired, related to trauma, liver
infection, neoplasia, or biliary obstruction (2-7).
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FIGURE 4

Slice of CT scan showing parenchymal fibrosis and bronchiectasis in the right lower lobe.

direct percutaneous drainage of the intrahepatic biliary tract.
The second stage is to perform treatment of the underlying
cause. In patients with biliary obstruction, the priority is to treat
the biliary disease (8).

Less-invasive procedures tended to be employed in
treating BBE, and these include endoscopic retrograde biliary
drainage, endoscopic nasobiliary drainage, and endoscopic
stone extraction. External biliary drainage by percutaneous
ultrasound or CT scan can drain the subdiaphragmatic
or intrahepatic abscess. Bronchoscopy can lead to fistula
embolization. However, control of the inflammatory process
can contribute to the success or failure of these methods
(7, 13). External biliary drainage was performed in our case
as a bridge for later definitive surgical intervention. After
the procedure, cough and fever symptoms were immediately
relieved, demonstrating satisfactory lung parenchyma recovery
at that moment.

A transthoracic approach should be considered for rare
situations in which patients maintain irreversible pulmonary
and bronchial impairment or for those with traumatic
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bronchobiliary fistula without biliary obstruction. In this
situation, pleural decortication and diaphragmatic disruption
repair are recommended (8, 13).

In conclusion, although BBF is a rare condition when
bilioptysis is suspected, a diagnostic investigation should be
initiated. Our case study proposes two criteria for diagnosis:
an imaging exam demonstrating the fistula path and a proof
of bilirubin in sputum or BAL. Once diagnosed and the
mechanism clarified, surgical correction is indicated. Less
invasive methods are preferred over conservative methods,
which are reserved for more complex cases or when treatment
fails. However, individualized treatment should be emphasized
for a successful outcome.
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