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Abstract

Background Gastrosplenic fistula is a rare and potentially fatal complication of various conditions. Lymphoma

is the most common cause. It can occur spontaneously or after chemotherapy. Gastrosplenic fistula diagnosis can be
confused with a splenic abscess because of the presence of air into the mass. The computed tomography identifica-
tion of the fistulous tract is the key to a right diagnosis. Treatment modalities include surgical resection, chemother-
apy, or a combination of both.

Case presentation Here we report two patients with gastrosplenic fistula due to diffuse large B cell ymphoma. The
first patient was a 54-year-old Caucasian woman with an enormous primary splenic diffuse large B cell lymphoma
leading to the development of a spontaneous fistula in the stomach. The second patient was a 48-year-old Caucasian
male patient with an enormous splenic diffuse large B cell lymphoma complicated by fistula after chemotherapy.
Both patients died of septic shock several days after surgery.

Conclusion Gastrosplenic fistula is a rare complication with a poor-prognosis, for which surgery is currently the pre-
ferred treatment.
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Introduction nature of this tumor leading to gastric wall invasion.
Gastrosplenic fistula (GSF) is a rare manifestation of Hodgkin’s lymphoma represents the second most fre-
splenic [1, 2] or stomach lesions [3]. In most cases, this quent GSF etiology, followed by histiocytic lymphoma.
uncommon complication is due to diffuse large B cell It can occur spontaneously or after chemotherapy. The
lymphoma (DLBC) [4] of the spleen due to the aggressive =~ management of these lesions is still challenging. Here,
we report two cases of GSF complicating a splenic DLBC
lymphoma. The first case is a spontaneous fistula, and the
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Case presentation

Manar University, Tunis, Tunisia Case 1

iDgp?—rtmgnt of Surgery A, La Rabta Hospital, Tunis El Manar University, A 54—year—old—Caucasian—woman presented at the emer-
unis, Tunisia . .

“# Department of Radiology, Salah Azaiez Institute, Tunis EI Manar gency room with a 1-month hlStorY of left upper quad'

University, Tunis, Tunisia rant abdominal pain, constipation, fatigue, loss of weight,
and vomiting for 3 days.
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The physical examination showed a patient in oth-
erwise good general health. She presented left hypo-
chondrium pain with a 13cm splenomegaly with no
hepatomegaly or palpable peripheral lymphadenopathy.

Laboratory studies revealed only hypochromic micro-
cytic anemia (hemoglobin: 8.3 g/dl). A thoraco-abdomi-
nal computed tomography (CT) revealed a splenic mass
measuring 13.5 cm adherent to the stomach and intra-
abdominal and retroperitoneal lymphadenopathy.

Trans-parietal biopsy was not considered safe, because
of the hemorrhagic risk. Therefore, we performed a lapa-
roscopic surgical biopsy to reach a diagnosis. Intraop-
erative findings revealed a locally advanced large splenic
mass invading the stomach and adhering to left lobe of
the liver. This mass also invaded the left diaphragm and
compressed the pancreas. As it was unresectable, biopsy
was performed. Histopathology showed a to diffuse large
B cell lymphoma positive for CD20, Bcl6, Bcl2, and Ki67:
90%. We completed investigations with a positron emis-
sion tomography (PET) scan that showed an active lym-
phatic splenic lesion with lymphadenopathy above and
under the diaphragm. The tumor was classified stage III,
and the patient was to start chemotherapy within a few
days. However, she presented after 2 days at our hospital
with an altered mental state and abdominal pain. A CT
scan revealed a rapid progression with a 21 ¢cm necrotic
mass of the upper spleen pole, with air within the splenic
mass corresponding to multiple gastrosplenic fistula with
the gastric corpus (Fig. 1).

The largest fistula measured 1 cm and connected the
mass with left wall of the stomach. A gastrectomy with
splenectomy was planned. Unfortunately, the patient pre-
sented with septic shock and died.

Case 2

A 48-year-old Caucasian male patient with no past medi-
cal history, presented at our hospital with chest pain,
dyspnea, fatigue, and weight loss. Physical examination
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revealed bilateral cervical nodes of 3 cm, a left axil-
lary node of 5 cm, and a splenomegaly of 15 cm. The
patient had anemia (hemoglobin of 10 g/dl), leucocyto-
sis (19,780/mm?), thrombocytosis (593,000/mm?) with
raised C-reactive protein (40 mg/1). The thoraco-abdom-
inal CT scan revealed a pulmonary mass of the left lobe
measuring 8.5%5.6 x5 c¢cm, two hilar pulmonary masses,
a splenic mass of 15.5X13 cm, and left adrenal mass of
5.7%4.8 cm.

A biopsy of the axillary lymphadenectomy and of the
pulmonary mass led to the diagnosis of a DLBC lym-
phoma. Both of the two biopsies stained positive for
CD20, bcl6, bcl2, and Cmyc and the Ki67 was 80%. The
tumor was classified stage IV. Chemotherapy with rituxi-
mab, adriablastine, cyclophosphamide, vincristine, and
prednisone (RCHOP) was initiated. After the second
cycle, he presented at our emergency room for worsening
of his dyspnea with abdominal pain. CT scan revealed a
large 16.8X15.9 cm necrotic mass in the spleen commu-
nicating with the stomach via a gastrosplenic fistula with
a presence of a posterior spleno-pleural fistula (Fig. 2).
This mass infiltrated the greater curvature of the stom-
ach, a part of the body, and the tail of the pancreas. The
patient underwent surgery consisting of a partial gastrec-
tomy with splenectomy and distal pancreatomy. He died
1 week after the surgery of septic shock due to an anasto-
motic leak.

Discussion

Gastrosplenic fistula is a very rare and potentially fatal
condition mainly caused by lymphomas. The most fre-
quent etiology is diffuse large B cell lymphomas. The
development of this complication is secondary to the
aggressive nature of this tumor leading to invasion of
the adjacent organs. GSF occurs spontaneously [5, 6]
or after chemotherapy [7] as a result of rapid regression
of the tumor that is infiltrating the gastric mucosa, thus
resulting in a fistula. These features were seen in our

Fig. 1 Abdominal CT scan views. a A gas-containing splenic mass due to the fistulization in the stomach (red arrow) b, ¢ retroperitoneal

lymphadenopathy (blue arrow)
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Fig. 2 Computed tomography scan views demonstrating a large necrotic splenic mass (a) communicating with the stomach via a gastrosplenic

fistula (b, red arrow)

cases. A systemic review of lymphoma-related gastric
fistulas reviewed 27 cases of spontaneous and chemo-
therapy induced GSF [4]. Men were more affected than
women (22 cases). A total of 17 cases have been reported
to be spontaneous. Most of the patients presented with
abdominal pain, splenomegaly, vomiting, and fatigue.
Some others presented with hematemesis or melena
and epigastric pain. These clinical characteristics were
also present in our patients. But in our cases the tumor
became rapidly complicated.

Since evoking the diagnosis can be difficult, as the
symptoms are general and nonspecific, CT scan is the
key in identifying gastrosplenic fistulas [7]. Indeed, if GSF
is not detected early, it can progress and involve the dia-
phragm. In our review of the literature, we found only a
few cases reported with extensive lymphoma masses in
the left upper quadrant, including diaphragm involve-
ment similar to our case [4].

GSF diagnosis can be confused with a splenic abscess
due to the presence of air in the mass. The CT identifica-
tion of the fistulous tract is the key to a right diagnosis.
Filling of the splenic cavity by orally administered gastro-
intestinal contrast medium with CT imaging, endoscopy
of the upper gastrointestinal tract, and PET scan could
also be helpful in cases where there doubt [8]. When
performing a PET scan, the GSF can be visualized as
the most hypermetabolic region in an increased activity
spleen.

Primary lesion, whether splenic or gastric, may be dif-
ficult to determine at first sight, but changes in CT scan
over time may clear up the situation. Imagery typically
shows a necrotic mass filled with air, seen in the CT scan
as air bubbles. A fistulous tract from the spleen to the
gastric lumen can also be visible.

A commonly accepted condition required for GSF
to happen is the rapid necrosis of infiltrated lym-
phoma cells in the spleen capsule. In 1984, a clinical
and pathological characteristics study of 10 cases of

spleen lymphomas [9] identified the distinctive DLBCL
characteristic of presenting with large, destructive
mass with extensive central necrosis and often capsu-
lar penetration and local invasion of adjacent organs
such as the stomach, diaphragm, or pancreas. Most of
described GSF cases are related to splenic mass rang-
ing from 3.6 to 8 cm [4]. If a large part of the gastric
wall is infiltrated, then a large fistula will arise as in our
two cases. In our review of the literature, we could only
find a couple cases of a splenic mass measuring 15 and
18 cm [4].

The management of this lesion is challenging. Surgery
is the most reported treatment of GSF [10]. The most
common surgical treatment is partial gastrectomy with
splenectomy. For large tumors, a near total gastrectomy
and splenectomy may be needed. Ineligible patients for
surgery have a poor outcome. Only a few cases of GSF
were reported to be treated with chemotherapy or chem-
otherapy followed by radiation therapy [11].

Conclusion

In conclusion, despite the bad outcomes of our two
patients with huge splenic lymphomas, splenectomy with
partial gastrectomy remains the preferred treatment for
an established GSF according to the literature review.
Further investigations and studies should be done to bet-
ter evaluate how to treat GSF without surgery.
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