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Abstract

Bronchoesophageal-pleural fistula (BEPF) is a very rare entity that can present as a late manifestation of
oesophageal malignancy. Here, we describe the case of an elderly farmer with no past medical history of
note who presented with acute respiratory failure associated with a five-month history of dysphagia and
weight loss.

Computerised tomography of the thorax showed a connection between the oesophagus, bronchus and
pleural space: a bronchoesophageal-pleural fistula. Ultrasound-guided thoracentesis was followed by chest
drain insertion into an empyema containing food debris. Histopathological analysis of endoscopic biopsies
confirmed an eroding squamous cell carcinoma (SCC) of the oesophagus. An oesophageal stent was inserted
to seal off the fistula and broad-spectrum antibiotics were maximised. Ultimately, after four weeks in
hospital, palliative therapy was initiated.

BEPF remains a very rare and devastating complication of oesophageal malignancy. Endoscopic stenting
may provide symptomatic relief.
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Introduction

A bronchoesophageal-pleural fistula (BEPF) is an abnormal tract between the oesophagus, a major
bronchus, and the pleural space [1]. Very few case reports have been published describing such a connection.
Bronchoesophageal fistulae arise as a complication of oesophageal malignancy in 50% of cases. Rarely, they
can also occur due to other malignancies (e.g., bronchogenic), infections (e.g., TB), or iatrogenic causes (e.g.,
prolonged intubation, radiotherapy) [2]. Here, we report the case of an elderly man who presented with BEPF
secondary to an eroding squamous cell carcinoma (SCC) of the oesophagus, leading to the development of
an empyema containing food debris.

Case Presentation

A T71-year-old single farmer with no past medical history presented to the emergency department due to
acute respiratory failure.

Five months previously, he noticed dysphagia associated with a reduced appetite and loss of weight. He also
experienced bouts of coughing after eating. He was an ex-smoker with a 20-year past history. He had no
prior hospitalisations.

On examination, the patient was febrile (38.5 C). He was markedly cachectic and in acute respiratory
distress. Coarse crackles were noted in his right middle and lower zones bilaterally. Blood gases showed a
Type 1 respiratory failure. Other laboratory results were significant for acute kidney infection (AKI),
hyponatremia, hypoalbuminemia, raised C-reactive protein (CRP), and leucocytosis with a neutrophilic
predominance. He was commenced on high-flow oxygen, intravenous IV antibiotics and IV fluids.

Chest X-ray (Figure I, black arrow) showed infiltrates in the right mid-lower zones and a small pleural
effusion. CT thorax (Figure I, blue arrow) revealed oesophageal mural thickening, necrotising pneumonia, a
14-cm right-sided abscess, and a connection between the oesophagus and right main bronchus with pleural
involvement: a bronchoesophageal-pleural fistula.

How to cite this article
Gaine S, Danish H, Binalialsharabi W, et al. (August 13, 2022) A Malignant Connection: Bronchoesophageal-Pleural Fistula in an Elderly Farmer.
Cureus 14(8): e27966. DOI 10.7759/cureus.27966


https://www.cureus.com/users/351658-samuel-gaine
https://www.cureus.com/users/381966-hammad-danish
https://www.cureus.com/users/396235-wail-binalialsharabi
https://www.cureus.com/users/381964-sean-d-fennessy
https://www.cureus.com/users/381885-ashraf-morcos
https://www.cureus.com/users/381884-mark-rogan

Cureus

FIGURE 1: Chest X-ray: right-sided mid-lower zone infiltrates (black
arrow); CT thorax: Diffuse oesophageal thickening with right-sided
necrotising pneumonia, 14 cm abscess and bronchoesophageal-pleural
fistula (BEPF) (blue arrow)

The patient was kept ‘nil by mouth’ and started on total parenteral nutrition. He underwent ultrasound-
guided thoracentesis followed by chest drain insertion into an empyema, which consisted of frank pus, an
abundance of neutrophils, candida and enterococcus species, and, interestingly, food debris. Microbiological
analysis of pleural fluid demonstrated the presence of acid-fast bacilli, which were subsequently identified
as non-tuberculous mycobacteria.

Oesophagogastroduodenoscopy (OGD) was performed to further characterise the lesion (Figure 2, black
arrow), which was thickened circumferentially but allowed free passage of the endoscope distally. A covered,
self-expanding metal stent (Figure 2, blue arrow) was inserted to allow oral feeding and improve symptom
control. Histopathological analysis of biopsy samples confirmed SCC of the oesophagus.

FIGURE 2: OGD: Narrowing and necrotic mass at the mid-to-lower
oesophagus (black arrow), treated with a covered, self-expanding metal
stent (blue arrow)

OGD: oesophagogastroduodenoscopy

Palliative measures were commenced, and the patient passed away four weeks after the initial presentation.

Discussion

A bronchoesophageal-pleural fistula (BEPF) is a very rare entity compared to the more prevalent
bronchoesophageal fistula, which complicates as many as 10% of oesophageal cancer cases. About half of
bronchoesophageal fistulas are due to malignancy, occasionally bronchogenic but usually oesophageal [1-2].

A non-malignant bronchoesophageal fistula in the adult is rare. Benign aetiologies include infections (e.g.,
TB), iatrogenic causes (e.g., prolonged intubation, radiotherapy) and congenital anomalies [3].

Nonspecific symptoms can lead to a delay in diagnosis. Such delays may be complicated by pneumonia, life-
threatening haemoptysis and respiratory failure. Oesophagography provides a definitive diagnosis in 78% of
cases, and OGD with biopsy is performed if imaging is suggestive [3].
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The clinical features of malignant BEPF include cough (56%), aspiration (37%) and dysphagia (19%) [4].
Bouts of coughing while eating or drinking (Ohno's sign) and recurrent pneumonia are common late signs.
The most common respiratory location for an abnormal tract includes the trachea (53%), followed by the left
main bronchus (22%); only 16% affect the right main bronchus, as in this case [4]. Oesophageal contact with
pleura occurs for a considerable distance on the right side. Consequently, there is a greater chance of right
pleural involvement, consistent with our patient’s presentation [5].

BEPF is a devastating complication of advanced oesophageal SCC [1]. In addition to oesophageal bypass,
surgical intervention can be a viable option in select patients and chemoradiation therapy may confer a
survival benefit compared with supportive care alone [6]; however, our patient was neither a candidate for
radical systemic therapy nor surgical bypass. One study reported symptomatic relief in 90% of patients
treated by SEM stent insertion, and a similar rate of success in the closure of these malignant fistulae [7].

As a late manifestation of the disease, BEPF further limits the prognosis in these patients. A recent study
found that patients with oesophageal fistula in advanced oesophageal SCC had a median overall survival
time of 11 months and a median post-fistula survival time of 3.6 months [8].

In conclusion, BEPF is a very rare entity associated with significant morbidity and mortality. The unusual
finding of food debris in this patient's pleural fluid helped differentiate the underlying pathological
connection from the more prevalent bronchoesophageal fistula.

Conclusions

BEPF is a very rare and devastating complication of oesophageal malignancy. As an additional sign, the
clinical finding of food debris in the pleural aspirate may guide the clinician in ordering further
investigations and identifying the underlying pathological connection. Endoscopic stenting may provide
symptomatic relief in these terminal cases.

Additional Information
Disclosures

Human subjects: Consent was obtained or waived by all participants in this study. Conflicts of interest: In
compliance with the ICMJE uniform disclosure form, all authors declare the following: Payment/services
info: All authors have declared that no financial support was received from any organization for the
submitted work. Financial relationships: All authors have declared that they have no financial
relationships at present or within the previous three years with any organizations that might have an
interest in the submitted work. Other relationships: All authors have declared that there are no other
relationships or activities that could appear to have influenced the submitted work.

References

1. Bixby BA, Maddock SD, Reddy CB, et al.: Acquired esophago-respiratory fistulae in adults. Shanghai Chest.
2020, 4:4. 10.21037/shc.2019.11.06

2. Chen YH, Li SH, Chiu YC, Lu HI, Huang CH, Rau KM, Liu CT: Comparative study of esophageal stent and
feeding gastrostomy/jejunostomy for tracheoesophageal fistula caused by esophageal squamous cell
carcinoma. PLoS One. 2012, 7:e42766. 10.1371/journal.pone.0042766

3. Mangi AA, Gaissert HA, Wright CD, et al.: Benign broncho-esophageal fistula in the adult. Ann Thorac Surg.
2002, 73:911-15. 10.1016/S0003-4975(01)03582-2

4. Balazs A, Kupcsulik PK, Galambos Z: Esophagorespiratory fistulas of tumorous origin. Non-operative
management of 264 cases in a 20-year period. Eur ] Cardiothorac Surg. 2008, 34:1103-7.
10.1016/j.ejcts.2008.06.025

5. Giménez A, Franquet T, Erasmus JJ, Martinez S, Estrada P: Thoracic complications of esophageal disorders .
Radiographics. 2002, 22 Spec No:S247-58. 10.1148/radiographics.22.suppl_1.g020c18s247

6. Burstow M, Kelly T, Panchani S, Khan IM, Meek D, Memon B, Memon MA: Outcome of palliative esophageal
stenting for malignant dysphagia: a retrospective analysis. Dis Esophagus. 2009, 22:519-25. 10.1111/j.1442-
2050.2009.00948.x

7. GuanX, LiuC, Zhou T, et al.: Survival and prognostic factors of patients with esophageal fistula in advanced
esophageal squamous cell carcinoma. Biosci Rep. 2020, 40:BSR20193379. 10.1042/BSR20193379

8. Ross WA, Alkassab F, Lynch PM, Ayers GD, Ajani J, Lee JH, Bismar M: Evolving role of self-expanding metal
stents in the treatment of malignant dysphagia and fistulas. Gastrointest Endosc. 2007, 65:70-6.
10.1016/j.gie.2006.04.040

2022 Gaine et al. Cureus 14(8): €27966. DOI 10.7759/cureus.27966 30f3


https://dx.doi.org/10.21037/shc.2019.11.06
https://dx.doi.org/10.21037/shc.2019.11.06
https://dx.doi.org/10.1371/journal.pone.0042766
https://dx.doi.org/10.1371/journal.pone.0042766
https://dx.doi.org/10.1016/S0003-4975(01)03582-2
https://dx.doi.org/10.1016/S0003-4975(01)03582-2
https://dx.doi.org/10.1016/j.ejcts.2008.06.025
https://dx.doi.org/10.1016/j.ejcts.2008.06.025
https://dx.doi.org/10.1148/radiographics.22.suppl_1.g02oc18s247
https://dx.doi.org/10.1148/radiographics.22.suppl_1.g02oc18s247
https://dx.doi.org/10.1111/j.1442-2050.2009.00948.x
https://dx.doi.org/10.1111/j.1442-2050.2009.00948.x
https://dx.doi.org/10.1042/BSR20193379
https://dx.doi.org/10.1042/BSR20193379
https://dx.doi.org/10.1016/j.gie.2006.04.040
https://dx.doi.org/10.1016/j.gie.2006.04.040

	A Malignant Connection: Bronchoesophageal-Pleural Fistula in an Elderly Farmer
	Abstract
	Introduction
	Case Presentation
	FIGURE 1: Chest X-ray: right-sided mid-lower zone infiltrates (black arrow); CT thorax: Diffuse oesophageal thickening with right-sided necrotising pneumonia, 14 cm abscess and bronchoesophageal-pleural fistula (BEPF) (blue arrow)
	FIGURE 2: OGD: Narrowing and necrotic mass at the mid-to-lower oesophagus (black arrow), treated with a covered, self-expanding metal stent (blue arrow)

	Discussion
	Conclusions
	Additional Information
	Disclosures

	References


