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1. Introduction

Crohn’s disease extraintestinal manifestations have been well de-
scribed in the literature and in many cases may precede the diagnosis
of the disease. However, the findings of an inflammatory pseudo-
tumor, at different organs of the body, is rare especially those pre-
senting in the peripancreatic (such as ampulla of Vater) and pancre-
atic area, and obstructing the biliary tract. We report a rare case of
Crohn’s disease manifesting by a peripancreatic pseudotumor, at the
level of the ampulla of Vater, causing an initial clinical presentation
of an obstructive jaundice, in an elderly man, in whom a Whipple
procedure was performed due to the high suspicion of a malignant

petipancreatic tumor.
2. Case Report

A 68 years old man, smoker of 40 pack year, presented to our clinic
complaining of one-year history of unintentional weight loss (around
5 Kg) with decreased appetite and intermittent mild abdominal dis-
comfort. Physical examination revealed minimal diffuse tenderness
mainly in upper quadrants but no other abnormalities. Blood test

drawn and showed microcytic anemia with a hemoglobin of 10,7 so

a screening colonoscopy was done in April 2020 and showed two ses-
sile polyps in the left colon, less than 5mm in size with non-compli-
cated diverticulosis. Polyps were removed and sent to the pathology
unit that showed an inflammatory nature with no malignant features.
At that time, only first few millimeters of the terminal ileum had
been assisted due to a difficult cannulation into the ileocecal valve.
Despite those results, the patient persisted to have weight loss with
increasing episode of abdominal pain and recently jaundice with and
elevated direct bilirubinemia (1,8mg/dl), so an abdominal computed
tomographic scan was done and revealed a mild intrahepatic duct
dilatation and a dilated CBD reaching 1,5cm with thickening noted
at the ampulla of Vater suggesting an ampulloma. A biliary plastic
stent was inserted during endoscopic retrograde cholangiopancrea-
tography (ERCP) after revealing an external obstruction of the CBD,
where an erythematous ulcerated tumor of the ampullar was identi-
fied. Next, a Whipple procedure was performed because all the work
up studies were in favor of an obstructive carcinoma. Macroscopical
examination of the fragments removed from the stomach, duode-
num, pancreatic head and the CBD showed an ulcerated ampulla,

measuring 1,3x1,2x0,3 cm extending to the CBD. In addition, an ileal
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fragment measuring 8x4x2 cm showed a stenotic lesion measuring
6x4 cm located at Tem from the nearest pancreatic border. Histolog-
ic examination of the resected duodenum and pancreatic tissue and
some peripancreatic lymph nodes showed, at the level of the ampul-
la, an ulcerative lesion composed of an acute leucocytic-fibrinous
contents with a granulation tissue of polymorphonuclear cells and,
at the level of pancreatic parenchyma, presence of lesions indicative
of a chronic pancreatitis with suppurative cystosteatonecrosis. The
rest of the histologic examination of the stomach part, CBD, duo-
denum, wirsung duct and all other lymph nodes was normal with no
malignant cells identified. At the level of the resected ileal segment, a
diffuse erosion with some crypt atrophy, crypt abscesses and a dense
chronic inflammatory infiltrate, moderately actif rich in eiosinophils
associated with hyperplastic reactive lymph node without any signs
of malignancy or pathogenic agent, were identified, all of which were
compatible with a Crohn’s disease. Based on these findings, an in-
flammatory pseudotumor of the ampulla was linked to the diagno-
sis of Crohn’s disease in this previously healthy patient. The patient
started on biological treatment for maintenance therapy for Crohn’s
disease and after 9 month of the surgery, and to allow maturation
of the ileo-ileal anastomosis, a full ileo-colonoscopy was done that
showed scattered patchy erosions in the right colon with a periappen-
dicular orifice inflammation and erosive anastomosis ileo-ileal com-
patible with Crohn’s disease, but with clinical improvement of the

symptoms.
3. Discussion

On the basis of the pathological and colonoscopic findings, in ad-
dition to the clinical follow-up, we can assume that this patient had
a definitive diagnosis of a peripancreatic - ampullary pseudotumor
linked to Crohn’s disease, with a rare initial clinical presentation of

weight loss and jaundice due to CBD obstruction.

The extraintestinal manifestation of Crohn’s disease are numerous
including joints, skin, bones, eyes, kidneys and liver. Ampullary in-
volvement is rare, occurs in 0.5-4% of patient with Crohn’s disease,
usually associated with upper gastrointestinal Crohn’s disease (du-
odenal and jejunal crohn’) and may present as erosions, ulcerative
lesions and pseudotumors. In 2015, an isolated ampullary Crohn’s
disease was described in an eldetly lady, with well controlled disease
on infliximab, diagnosed by endoscopic ultrasound (EUS) and ERCP.
It revealed a non-obstructing erythematous ampulla with ulcerations,
compatible with ampullary Crohn’s disease, treated by escalating the
treatment to vedolizumab with the resolution of her symptoms.
In contrast to our case, where an obstructing ampulloma linked to
Crohn’s disease was diagnosed on pathological examination after a
Whipple procedure. In both cases, no granuloma was seen on pa-
thology [1] (Figure 1).

Another case published in 2009, of Crohn’s disease affecting the am-
pulla and the CBD described in an elderly man, similar to our case in

term of the obstructive clinical presentation and the absence of con-
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comitant duodenal involvement, but it occured in a man with already

a history of Crohn’s disease maintained on 5 ASA [2] (Figure 1).

In the both cases mentioned above, patients had a history of inflam-
matory bowel disease (IBD) after initial presentation of bloody diar-
rhea, and during the course of the disease, the ampulla of Vater was
affected. What makes our case special, is that the initial presentation

of Crohn’s disease was an obstructing jaundice due to this ampullary

pseudotumor and not the classic presentation of Crohn’s disease.
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Figure 2: Patchy thickened ileum on scan tomography of abdomen.

Different manifestations of pancreatic disease have been also associ-
ated with IBD, most of them seem to be drug induced or related to
biliary stones, with acute pancreatitis being the most common man-
ifestation in this area with the highest morbidity rate. The first asso-
ciation was identified in 1950 on postmortem pathological examina-

tion, when Ball et al found a ductal pancreatic lesion in around 25%
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of patients with ulcerative colitis and 38% of patients with Crohn’s
disease [3, 4]. Various clinical presentation of IBD-associated pan-
creatitis was reported, from asymptomatic disturbance in pancreatic
enzyme, to mild symptoms of acute and/or chronic pancreatitis, to
pancreatic insufficiency and very rarely to a pseudotumorous pan-
creatic lesion causing obstruction of the CBD. In fact, 2 cases were
reported in the literature of IBD presenting as pancreatic pseudotu-
mor. The first one described in 2001 in an elderly patient known to
have ulcerative colitis on aminosalicylic acid (ASA), diagnosed with a
pseudotumorous chronic pancreatitis associated with ulcerative coli-
tis, based on ERCP and cytological analysis of stenosis brushings
after being mistaken for a pancreatic ductal adenocarcinoma that led
to a surgical resection of the tumor [3]. The second case reported
also in 2001, in a patient presenting with jaundice that had undergo
Whipple procedure for a suspicious pancreatic tumor, found to be
after pathological examination an inflammatory pseudotumor linked
to Crohn’s disease that was diagnosed 6 months later when he started
to have bloody diarrhea [5]. This latter case is somehow similar to
our case with difference in that Crohn’s disease, in our case, was di-
agnosed pathologically at the time of Whipple procedure due to the
histological findings of the resected ileal stenotic lesion found during
surgery. In addition, in our case, the pancreatic tumor was at the level
of the ampulla of Vater, in contrast to the both written cases where
the tumor was located in the head of the pancreas. In all three cases,
Whipple procedure was performed due the high clinical suspicion
of a pancreatic cancer. However, Whipple procedure carries a high
morbidity and mortality rate approaching the 50% mark despite me-
ticulous surgical technique and standard critical cate postoperatively
and necessitate a longer follow up with a frequent post operation
complication such as pancreatic fistula, wound infection and enteric
leakage [0].

Regarding ampullary tumor, these are rare tumors, that can be clini-
cally indistinguishable from tumors of pancreatic head and they are
usually histologically divided into a pancreaticobiliary and intestinal
tumors [7]. Concerning pancreatic cancet, lesions were divided into a
neuroendocrine pancreatic cancer and an exoctine pancreatic cancer
with adenocarcimona type responsible of around 90% of all pancre-
atic cancer type. In another side, benign pancreatic tumor exists and
may manifest as pancreatic cysts (with different types, from serous
cystic to mucinous cystic to intraductal papillary mucinous neoplasm),
solid pseudopapillary neoplasms and rarely inflammatory pseudotu-
mor of the pancreas [8]. Pancreatic inflammatory pseudotumors are
rare benign lesions of the pancreas, that can present as a solid single
mass in some case or a cystic mass in other cases, with predominant
location in the head of the pancreas. Diagnosis is difficult due to the
similarity in clinical presentation and imaging studies with pancreatic
cancer with only way of diagnosis based on histopathological exam-
ination of the specimen [9]. Endoscopic ultrasound (EUS) with fine
needle aspiration may play an important role in diagnosing pancreatic

and peripancreatic cancer with a very high negative predictive and
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a diagnostic yield higher than computed tomography especially for
lesions less than 2-3 cm in size [10]. However, EUS was not done in

our case due to financial problems.

As for treatment, regression of the inflammatory pseudotumors as-
sociated with IBD are by the use of the maintenance therapy of
Crohn’s or ulcerative colitis disease. To note that concerning the liter-
ature about IBD’s associated pseudotumors, three cases were report-
ed in the liver (two published in 2004 in two elderly man diagnosed
to have inflammatory pseudotumor on pathology which had been
linked later on to Crohn’s disease that improved with maintenance
therapy of Crohn’s disease; and one published in 2009 in young lady
diagnosed simultaneously with severe Crohn’s colitis and liver in-
flammatory pseudotumor that regressed with maintenance therapy
of Crohn’s disease). One case was reported in the cerebellum (pub-
lished in 2012 in a young man on immunosuppressive therapy for
Crohn’s disease) and one in the kidney (published in 2016 in a young
lady on medical therapy for Crohn’s disease that developed, several
years after, a kidney mass found to be an inflammatory peusotumor
consistent with Crohn’s disease, based on clinical, radiological and
pathological exam that showed a non caseating inflammatory gran-
uloma) [11-14].

4. Conclusion

Our case report is one of the rarest initial clinical presentation of
Crohn’s disease. The importance of this reported case reside in the
necessity to include Crohn’s disease and/or IBD inducing inflam-
matory pseudotumor in the differential diagnosis of common bile
duct strictures before undergoing such a high complicated surgical
procedure, by the meaning of a medical management using the main-
tenance treatment for Crohn’s and/or inflammatory bowel disease
instead of surgery, which decrease the morbidity, the mortality relat-

ed and the length of the hospitalization stay.
5. Acknowledgement:

Malek Michael Bouhairie, MMB Conception and design; acquisition,
analysis and interpretation of data; review of litterature; writing the
manuscript. MS revising the article. BH revising the article and final

approval of the version submitted.

References

1. Yung K, Oviedo |, Farraye FA. Ampullary stenosis with biliary ob-
struction in duodenal Crohn’s disease: a case report and review of the

literature. Digestive diseases and sciences. 2005; 50.

2. Rivas JM, Erim T, Berho ME. Crohn’s disease of the common bile
duct and ampulla causing obstructive jaundice and acute pancreatitis.
Official journal of the American College of Gastroenterology| ACG.
2009; 104.

3. Grandval P, Barthet M, Desjeux A. Case Report: Pseudotumorous
Chronic Pancreatitis Associated with Inflammatory Bowel Disease. Di-

gestive diseases and sciences. 2001; 46.


https://pubmed.ncbi.nlm.nih.gov/15986865/
https://pubmed.ncbi.nlm.nih.gov/15986865/
https://pubmed.ncbi.nlm.nih.gov/15986865/
https://pubmed.ncbi.nlm.nih.gov/19240702/
https://pubmed.ncbi.nlm.nih.gov/19240702/
https://pubmed.ncbi.nlm.nih.gov/19240702/
https://pubmed.ncbi.nlm.nih.gov/19240702/
https://pubmed.ncbi.nlm.nih.gov/11330430/
https://pubmed.ncbi.nlm.nih.gov/11330430/
https://pubmed.ncbi.nlm.nih.gov/11330430/

10.

11.

12.

13.

14.

Antonini F, Pezzilli R, Angelelli L. Pancreatic disorders in inflammatory
bowel disease. World journal of gastrointestinal pathophysiology. 2016;
7: 276.

Reynaert H, Peters O, Van der Auwera J. Jaundice caused by a pancre-
atic mass: an exceptional presentation of Crohn’s disease. Journal of

clinical gastroenterology. 2001; 32: 255-8.
Changazi SH, Ahmed Q, Bhatti S. Whipple Procedure: A Five-Year

Clinical Experience in Tertiary Catre Center. Cureus. 2020; 12.
Ampullary Carcinoma. Medscape. Updated: 2021.

Pancreatic cancer type. John Hopkins medicine. https://www.hop-
kinsmedicine.org/health/conditions-and-diseases/ pancreatic-cancet/

pancreatic-cancer-types.

Casadei R, Piccoli L, Valeri B. Inflammatory pseudotumor of the pan-
creas resembling pancreatic cancer: clinical, diagnostic and therapeutic
considerations. Chirurgia italiana. 2004; 56: 849-58.

Gonzalo-Marin J, Vila JJ, Perez-Miranda M. Role of endoscopic ultra-
sound in the diagnosis of pancreatic cancer. World journal of gastroin-

testinal oncology. 2014; 6: 360.
Papachristou GI, Wu T, Marsh W. Inflammatory pseudotumor of the

liver associated with Crohn’s disease. J Clin Gastroenterol. 2004; 38:
818-22.

Mouelhi L, Abbes L, Houissa F. Inflammatory pseudotumor of the
liver associated with Crohn’s disease. Journal of Crohn’s and Colitis.
2009; 3: 305-8.

Derrey S, Charpentier C, Gérardin E. Inflammatory pseudotumor of
the cerebellum in a patient with Crohn’s disease. World Neurosurg,
2012; 77: 201.e13-6.

Van Tonder F, Seale M, Yong E. Mass-forming renal Crohn’s disease:
a case report with multimodality imaging. BJR| case reports. 2016; 2:
20150159.

2021, V7(8): 14


https://www.ncbi.nlm.nih.gov/pmc/articles/PMC4981767/
https://www.ncbi.nlm.nih.gov/pmc/articles/PMC4981767/
https://www.ncbi.nlm.nih.gov/pmc/articles/PMC4981767/
https://www.ncbi.nlm.nih.gov/pmc/articles/PMC6243327/
https://www.ncbi.nlm.nih.gov/pmc/articles/PMC6243327/
https://www.ncbi.nlm.nih.gov/pmc/articles/PMC6243327/
https://pubmed.ncbi.nlm.nih.gov/33329963/
https://pubmed.ncbi.nlm.nih.gov/33329963/
https://emedicine.medscape.com/article/276413-overview
https://www.hopkinsmedicine.org/health/conditions-and-diseases/pancreatic-cancer/pancreatic-cancer-types
https://www.hopkinsmedicine.org/health/conditions-and-diseases/pancreatic-cancer/pancreatic-cancer-types
https://www.hopkinsmedicine.org/health/conditions-and-diseases/pancreatic-cancer/pancreatic-cancer-types
https://www.hopkinsmedicine.org/health/conditions-and-diseases/pancreatic-cancer/pancreatic-cancer-types
https://pubmed.ncbi.nlm.nih.gov/15771041/
https://pubmed.ncbi.nlm.nih.gov/15771041/
https://pubmed.ncbi.nlm.nih.gov/15771041/
https://www.ncbi.nlm.nih.gov/pmc/articles/PMC4163734/
https://www.ncbi.nlm.nih.gov/pmc/articles/PMC4163734/
https://www.ncbi.nlm.nih.gov/pmc/articles/PMC4163734/
http://japjgh.jp/webmail/?_task=mail&_mbox=INBOX
http://japjgh.jp/webmail/?_task=mail&_mbox=INBOX
http://japjgh.jp/webmail/?_task=mail&_mbox=INBOX
https://pubmed.ncbi.nlm.nih.gov/15365413/
https://pubmed.ncbi.nlm.nih.gov/15365413/
https://pubmed.ncbi.nlm.nih.gov/15365413/
https://pubmed.ncbi.nlm.nih.gov/22405397/
https://pubmed.ncbi.nlm.nih.gov/22405397/
https://pubmed.ncbi.nlm.nih.gov/22405397/
https://www.ncbi.nlm.nih.gov/pmc/articles/PMC6243327/
https://www.ncbi.nlm.nih.gov/pmc/articles/PMC6243327/
https://www.ncbi.nlm.nih.gov/pmc/articles/PMC6243327/

	_GoBack

