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Abstract

Bouveret syndrome is one of the complications of gallstone disease possibly fatal, which is secondary to the presence of a large
stone obliterating the lumen of the duodenum or stomach because of the formation of a cholecystoduodenal fistula. The gallstone
reaches the duodenum through a bilioenteric fistula as a consequence of chronic inflammation and adherence between the
gallbladder and the duodenum which increase the intraluminal pressure and leads to secondary wall ischemia and wall perforation
with gallstone passage into the duodenum. Bouveret's syndrome's prevalence is highest among elderly women. Despite the rarity
of Bouveret's syndrome, it can cause notable morbidity and mortality rates. We report a rare case of Bouveret's syndrome revealed
by an unusual clinical picture of upper gastrointestinal bleeding in a 64-year-old patient. He had been admitted for significant
gastrointestinal bleeding due to a probable antral stromal tumour. Endoscopic investigations had been inconclusive. An
abdominal CT scan revealed a 72 x 43 mm mass in the second part of the duodenum in contact with the posterior wall of the
stomach. Surgical exploration revealed a cholecystoduodenal fistula through which a large number of clots were passing, along
with a huge stone measuring more than 7 cm inside the duodenum, extending up to the gastric antrum. After antroduodenotomy,
we discovered almost complete erosion of D1 by the stone, which explained the haemorrhages. An antroduodenectomy (D1) was
performed due to the parietal destruction of D1 and the very high risk of haemorrhage. The outcome was favourable. The medical
history revealed a history of a large untreated gallstone.
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1. Introduction

Bouveret syndrome is a very rare form of gastric obstruc- report a rare case of Bouveret's syndrome revealed by an
tion secondary to the passage of a gallstone into the duode- unusual presentation of upper gastrointestinal bleeding in a
num through a cholecystoduodenal fistula [1]. It is a rare 64-year-old man.
complication of gallstone disease that usually presents with
signs and symptoms of gastric outlet obstruction [2]. We
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2. Case Report

A 64-year-old man was referred to the visceral surgery de-
partment for significant gastrointestinal bleeding due to a
probable antral stromal tumour. Patient is on antihyperten-
sivee medications.

Two weeks earlier, he had been admitted to the gastroenter-
ology department for the first time for repeated episodes of
low-volume haematemesis associated with melena and epi-
gastric pain, which had been ongoing for two months.

During this initial hospitalisation, investigations revealed
anaemia at 8.10 g/dl and, on oesophagogastroduodenal fibro-
scopy, an ulcer on the posterior surface of the Forrest I1I bulb
and at the top of D1 stage IIb, which were treated medically
with favourable results and discharged with an appointment
for follow-up.

One week after his discharge, he experienced a recurrence
of hematemesis, which became very profuse, with significant

asthenia and patient dyspepsia. This led to a second hospitali-
sation in the gastroenterology department.

Due to persistent gastrointestinal bleeding and severe anae-
mia at 6 g/dl despite repeated transfusions, he was admitted to
the operating theatre on an emergency basis by the surgeon on
call for surgical haemostasis.

During the operation, this initial attempt at haemostasis was
blocked by a massive, telescoped appearance of the antro-du-
odenal region with the liver, hepatic pedicle and head of the
pancreas, which was considered to be a stromal tumour affect-
ing the head of the pancreas. An attempt at resection would
have been perilous in emergency conditions.

Further investigation was then carried out using abdominal
computed tomography, which showed a hypodense mass lo-
cated in the second duodenal portion D2 measuring 72 x 43
mm in contact with the posterior wall of the stomach, which it
was pushing back with infiltration of the perilesional fat (Fig-
ure 1).

Figure 1. Abdominal scan showing a mass in the duodenal region.

In this context, he was referred to us for gastrointestinal
bleeding due to probable GIST and was prepared for major
surgery.

We had scheduled the patient for possible extended resec-
tion, which might require cephalic duodenopancreatectomy.

The approach was a repeat median laparotomy.

During exploration, we found a large mass occupying the
entire duodenum, greater omentum and right colic angle, all
pressed against the head of the pancreas and liver.

The gallbladder was not visible at first glance. After sepa-
rating it from the liver, we realised that it was sclerotic and
atrophic.

Subsequently, a cholecystoduodenal fistula was identified,
through which a large number of clots were passing, and a
huge stone was discovered inside the duodenum, extending up
to the gastric antrum, which was responsible for this mass ef-
fect.

An antroduodenotomy was performed, revealing almost
complete erosion of DI by the stone, which explained the
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haemorrhages (Figures 2 and 3).

Figure 2. Large calculus visible in the stomach after antroduodenot-
omy.
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Figure 3. Calculus after extraction.
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Figure 4. Gastroduodenectomy specimen showing damaged duode-
nal wall.

After extracting the stone, we noticed that the posterior wall
of D1, particularly the bulb, was completely destroyed, expos-
ing the gastroduodenal artery. Having ruled out a tumour as

the cause, the only sure way to eliminate the risk of haemor-
rhage was to perform a resection with ligation of the gastro-
duodenal artery. This resection first required the removal of
D1 up to the superior flexure. Next, a gastro-duodenectomy
with monobloc cholecystectomy was performed (Figure 4), al-
lowing resection of the area of duodenal wall destruction. Fi-
nally, a terminolateral gastro-jejunal anastomosis was per-
formed.

The medical history subsequently revealed the presence of
a large gallstone that had not been treated. The patient re-
mained in the intensive care unit for 48 hours for post-opera-
tive monitoring. The post-operative course was uneventful,
with bowel function returning on day 3, refeeding on day 6
with good tolerance, and discharge on day 7 post-operatively.

3. Discusssion

In this case report, we present a case of Bouveret’s syn-
drome complicated by upper gastrointestinal haemorrhage.

This rare syndrome describes obstruction of a gallstone in
the pylorus or dodenum secondary to a cholecysto-duodenal
fistula [3, 4]. It accounts for only 0.3% to 0.5% of the compli-
cations of bilary lithiasis [5]. Rare causes of uppergastrointes-
tinal haemorrhage etiologies (Table 1). Bouveret’s syndrome
remains exceptional among these etiologies [6].

Table 1. Rare causes of upper gastrointestinal bleeding [6].

Rare causes

Mallory-Weiss syndrome
Dieulafoy's ulceration

Pancreatic and biliary causes
Wirsung haemorrhages

Haemobilia

Aorto-digestive fistulas

Other rare causes

Herpetic oesophagitis, caustic burns
Intramural pseudo-diverticulosis of the oesophagus
Cameron ulceration

Bouveret syndrome

Whipple's disease

Amyloidosis

Bouveret syndrome affects older women more than men,

Prevalence in upper gastrointestinal bleeding (%)

0.1
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with a female to male ratio of 1.9 [4-7]. Historically, it was
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first reported in 1770 by the French physician Beaussier, and
in 1896 it was named after the French physician Leon August
Bouveret, who reported two cases in the Revue de Médecine
[3,4].

Physiopathologically, the formation of the fistula is a con-
sequence of chronic inflammation with adhesion of the
gallbladder to the gastrointestinal tract and parietal ischaemia
secondary to the mechanical pressure exerted by the stones on
the vesicular and intestinal walls. This ischaemia is followed
by the formation of a fistula between the gallbladder and the
intestine [4, 5, 8, 9]. Gallstones can then migrate to different
parts of the digestive tract, namely the ileocecal region (50%—
90%), the jejunum and ileum (20%—40%), and more rarely the
stomach or duodenum (<5%), in which case it is referred to as
Bouveret's syndrome [10].

Our patient, who was 64 years old with a history of gall-
stones that was discovered retrospectively during the medical
history interview and a stone measuring more than 7 cm in
diameter that was extracted, had three of the four risk factors
for Bouveret's syndrome described in the literature (age > 60
years, history of gallstones, large stone measuring 7 cm). The
final risk factor is female gender [5].

The initial clinical presentation in our case was upper gas-
trointestinal bleeding. This is a rare and unusual clinical
presentation [11] in the rare condition known as Bouveret's
syndrome. Other cases of upper gastrointestinal bleeding in
Bouveret's syndrome have been reported [6, 12, 13, 16]. How-
ever, this remains an exceptional mode of discovery, because
Bouveret's syndrome most often presents with a triad of epi-
gastric pain, nausea and vomiting. It can also present with ab-
dominal pain, distension, fever, weight loss and anorexia [11,
4, 9]. The latter two symptoms were also found in the case we
presented, along with significant asthenia and patient dyspep-
sia. In addition to upper gastrointestinal haemorrhage, the sec-
ond mode of presentation in the case described above is
pseudotumoral.

These two presentation patterns can cause diagnostic diffi-
culties. In our patient, endoscopic examinations performed in
response to upper gastrointestinal bleeding were inconclusive;
and the persistence of significant bleeding necessitated an in-
itial emergency surgery, during which a pseudomass was dis-
covered in the antroduodenal region, covering the inferior sur-
face of the liver, the hepatic pedicle and the head of the pan-
creas. This was considered to be a gastrointestinal stromal tu-
mour, which could not be resected in an emergency setting.
Subsequent imaging, particularly abdominal computed to-
mography, did not reveal Rigler's triad, which is suggestive of
Bouveret's syndrome, namely aerobilia, ectopic calculus and
high-level obstruction [4]. Instead, it suggested a hypodense
mass in the second duodenum. Moreover, a comprehensive re-
view of cases in the literature recently published that only 24%
of patients have a choledochoduodenal fistula visible on CT
scan, and gallstones are visible during oesophagogastroduo-
denoscopy in approximately 69% of reported cases [7].

The diagnosis of Bouveret's syndrome is based on clinical
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presentation and imaging. In many cases, this diagnosis is dif-
ficult to make using imaging, and endoscopy offers no ad-
vantage. Surgery is therefore the diagnostic and therapeutic
modality of choice [4]. Indeed, in our patient, the diagnosis
could only be made intraoperatively despite the imaging and
endoscopy examinations performed prior to the procedure.

In terms of treatment, the patient underwent preoperative
preparation as he had been scheduled for a possible extended
resection of the mass, which could require a cephalic duode-
nopancreatectomy. During the operation, a cholecystoduode-
nal fistula was discovered, through which a large number of
clots were passing, revealing a huge stone inside the duode-
num extending up to the gastric antrum, with almost complete
destruction of D1 by the stone, explaining the haemorrhages.
We extracted the large stone and performed a gastroduodenec-
tomy to resect the irreversibly damaged parts of the duodenum
and stomach (Figure 3) and to achieve haemostasis. Indeed,
other authors, such as Brice et al., have also mentioned the
need for resection in cases of irreversibly damaged structures.
Bouveret's syndrome is usually treated surgically with re-
moval of the obstructive stone [11]. The surgical approach
consists of a gastrotomy, an antropylorotomy or a duodenot-
omy. In the case of a distal stone or a stone that has migrated
to the proximal part of the jejunum, an enterotomy centred on
the stone will allow the stone to be removed. The distal part
of the small intestine must be examined to ensure that no other
large migrated stones could cause postoperative ileus. The
morbidity and mortality rates of open surgery reported by
some authors are 37.5% and 11% respectively. Apart from
open surgery, there is minimally invasive treatment, which in-
cludes endoscopic retrieval, mechanical lithotripsy, electrohy-
draulic lithotripsy, laser lithotripsy and extracorporeal shock
wave lithotripsy [5]. Endoscopic stone removal with or with-
out fragmentation by mechanical or extracorporeal lithotripsy
is a therapeutic alternative for stones smaller than 2.5 cm and
not impacted [11].

Various reports of successful endoscopic removal have also
been published in the literature. However, these only concern
stones that are generally smaller than 4 cm [15].

The progression of Bouveret's syndrome depends mainly on
the timing of diagnosis and the speed of treatment. In our case,
it was satisfactory. The prognosis is generally good [5], how-
ever, some authors have reported mortality rates in this syn-
drome of up to 33% [10, 14].

4. Conclusion

We treated a rare complication of gallstone disease. The
presentation of Bouveret's syndrome with upper gastrointesti-
nal haemorrhage in a life-threatening emergency initially sug-
gested a GIST based on the CT scan. Surgical exploration al-
lowed the diagnosis to be corrected and an antroduodenec-
tomy (D1) to be performed due to the parietal destruction of
D1 and the very high risk of haemorrhage. The outcome was
favourable.
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Abbreviations
CTscan  Computed Tomography Scan
D1 1%t Duodenum
GIST Gastrointestinal Stromal Tumor
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