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An Inflammatory Myofibroblastic Tumor of the Ampulla of Vater
Successfully Managed with Endoscopic Papillectomy: Report of a

Case
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Inflammatory myofibroblastic tumors (IMTs) are solid
neoplastic mesenchymal proliferations composed of
myofibroblastic spindle cells admixed with inflammatory
infiltrates. The documented sites in the gastrointestinal
tract include the esophagus, small intestine, colon, ap-
pendix, rectum, pancreas, spleen, liver, and Meckel’s
diverticulum. Biliary IMTs are rare, and IMTs arising
from the ampulla of Vater have not been reported
previously. Herein we report the case of a 65-year-old
woman with an extrahepatic biliary obstruction due to
IMT of the ampulla of Vater, and a successful ther-
apeutic approach using endoscopic ultrasonography
and endoscopic papillectomy. (Gut Liver 2010;4:
419-422)
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INTRODUCTION

Inflammatory myofibroblastic tumors (IMTs) or inflam-
matory pseudotumors are solid neoplastic mesenchymal
proliferations composed of myofibroblastic spindle cells
admixed with the inflammatory infiltrates of plasma cells,
lymphocytes, eosinophils and histiocytes within a collage-
nous or myxoid matrix.' However, the etiology and cel-
lular origin of IMTs remain unknown. The most of IMTs
often affect children and young adults, with a slight fe-
male predominance. IMTs usually have more aggressive
behavior in the young patients and are not easy to dis-
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tinguish from malignancy such as fibrosarcoma histo-
pathologically.'* Although the treatment of IMTs is con-
troversial, recently, the lesion is regarded as a neoplasm
with a wide spectrum of biological behavior and has been
treated surgically because of diagnostic uncertainty and
presumed risk of progression."® We report the case of a
65-year-old woman with extra-hepatic biliary obstruction
(EHBO) due to IMT of the ampulla of Vater, which was
evaluated by endoscopic ultrasonography (EUS) and suc-
cessfully treated by endoscopic papillectomy.

CASE REPORT

A 65-year-old woman with an unremarkable medical
history was investigated for epigastric discomfort. Initial
laboratory test results were as follows: white blood cell
count, 8.2x10°/L (normal, 4.5-10.5><109/L); hemoglobin,
14.7 g/dL; platelet count, 320x10°/L (normal, 150-350%
10°/L); AST, 56 IU/L (normal, 5-38 IU/L); ALT, 146
IU/L (normal, 4-43 IU/L); alkaline phosphatase, 968 IU/L
(normal, 102-333 IU/L), total bilirubin, 0.5 mg/dL (nor-
mal, 0.2-1.2 mg/dL), amylase, 54 U/L (normal, 45-108
U/L) The results of viral study such as hepatitis A, B, or
C were negative. An endoscopy showed a 2.5x2 cm
sized, oval shaped lesion on the ampulla of Vater (Fig.
1). Endoscopic biopsy using forcep was obtained, but the
pathology only showed chronic inflammation. There was a
2.3x1.7 cm, heterogeneous contrast enhancing mass in
the ampulla of Vater area, resulting in mild EHBO with-
out paraduodenal tumor invasion, lymphadenopathy or
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Fig. 1. Side endoscopy view showing a 2.5X2-cm oval-shaped
elevated mucosal lesion at the ampulla of Vater.

Fig. 3. Endoscopic ultrasonography showed a well-delineated,
oval-shaped mass with predominant hypoechogenicity and
common-bile-duct dilatation.

Fig. 2. Abdominal computed tomography showing a 2.3X
1.7-cm, heterogeneous, contrast-enhanced mass in the ampulla
of Vater area (white arrow head) with a mild extrahepatic
biliary obstruction.

pancreatic duct dilatation on abdominal computed tomog-
raphy (CT) (Fig. 2). A EUS showed a well delineated
oval-shaped mass with predominant hypoechogenecity
with common bile duct dilatation without ductal infiltra-
tion (Fig. 3). With the side-view scope, endoscopic papil-
lectomy was performed without complication (Fig. 4).
Histopathological examination revealed the completely
removed mass of a typical cellular spindle cell pro-
liferation and a prominent inflammatory cell infiltrates
without mitotic activity (Fig. 5A), and the margin of

Fig. 4. Endoscopy revealed a 2.5x3.0-cm-deep ulcer at the
ampulla of Vater area after endoscopic papillectomy.

which was free. Immunohistochemical staining was pos-
itive for vimentin (Fig. 5B) and smooth muscle-specific
actin, whereas was negative for S-100 protein. The final
pathological diagnosis was the IMT of the ampulla of
Vater. In six days after endoscopic papillectomy, the pa-
tient got well and discharged. In one year after endo-
scopic papillectomy, the patient was asymptomatic and
underwent endoscopy with no evidence of recurrence.
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Fig. 5. (A) Histological examination demonstrated cytologically uniform spindle-cell proliferation with a prominent inflammatory cell
infiltrate (H&E stain, x200). (B) The spindle cells showed a strong positivity for vimentin (x200).

DISCUSSION

IMTs are rare, but well circumscribed benign tumor-like
masses with similar morphological characteristics. Histo-
logically, IMTs are characterized by a benign myofibro-
blastic proliferation with a vague storiform pattern and a
varying degree of inflammatory infilterates but may be
characterized by rapid growth and local invasiveness.
Moreover, IMTs have clinical importance because the
imaging characteristics and locations vary widely and of-
ten mimic malignant neoplasm, such as sarcomas, lym-
phomas or metastases.” It occur throughout the body
such as the central nervous system, major salivary glands,
kidney, liver, omentum, ovary, larynx, bladder, breast,
lymph nodes, skin, soft tissues, orbit and gastrointestinal
tract with the most common site being the lung® In the
gastrointestinal tract, the documented sites include esoph-
agus, small intestine, colon, appendix, rectum, pancreases,
spleen, liver, or a Meckel’s diverticulum.” " Especially in
bilopancreati tract, most IMTs have been reported in pan-
creas'>"® but the biliary IMT is even rarer."* Because pan-
creatic IMT was commonly mistaken for a pancreatic can-
cer clinically and radiologically, surgical resection was
usually known as effective treatment.'>® A presentation
of painless EHBO around the ampulla of Vater is an in-
sidious clinical finding as it is frequently associated with
malignancy, typically a pancreatic head tumor or chol-
angiocarcinoma. Therefore we performed multiple diag-
nostic work-up to clarify the cause of EHBO and the
characteristics of tumor. The diagnosis of IMT is based
on the histopathological appearances and is confirmed by
immunohistochemical techniques. However endoscopic bi-
opsy may not always be conclusive as our case. Although

surgical excision was historically the mainstay of diag-
nosis and treatment,” we decided that the lesion had to
be removed completely by endoscopic papillectomy be-
cause it was located in the endoluminal area without in-
traductal invasion. The patient got well again and dis-
charged.

In conclusion, we report the case of IMT with EHBO
originated from the ampulla of Vater. Accordingly, the
ampulla of Vater is the one of organs at which IMT can
develop. The present case demonstrates the careful ther-
apeutic approach using EUS and endoscopic papillectomy
may be the one of treatment option for limited case of
IMT.
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