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Abstract

It is reported that a pancreatic disease may precede
the diagnosis of inflammatory bowel disease (IBD)
both in children and in adults. Idiopathic chronic pan-
creatitis, however, occasionally co-exists with the IBD,
mainly at pediatric age. We report a case of a patient
who progressively developed the features of a chronic
pancreatitis, before the diagnosis of Crohn’s Disease
(CD). Ten months after the onset of the first episode
of pancreatitis the patient developed bloody diarrhea,
mucus stools and biochemical findings of inflamma-
tion. The colonoscopy revealed a diffuse colitis with-
out involvement of the last loop and the gastroscopy
showed inflammation of the iuxta-papillary area. The
histological findings confirmed the diagnosis of CD that
involved the colon and the duodenum. In conclusion,
in children the idiopathic chronic pancreatitis may be
an unusual presentation of CD. Thus, if other known
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cause of chronic pancreatitis are not found, a not inva-
sive work up to exclude the IBD should be warranted.
An early coincidental diagnosis of the IBD may delay
the progression of the pancreatic disease.
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Key words: Inflammatory bowel disease; Crohn’s Dis-
ease; Pediatric age; Bloody diarrhea; Pancreatic disease

Core tip: We report a cases of chronic pancreatitis as-
sociated with Crohn’s Disease (CD). We have not been
able to find reports of this association in the pediatric
medical literature. The present case suggests that in
children the idiopathic chronic pancreatitis may be
an unusual presentation of CD. Thus, if other known
cause of chronic pancreatitis are not found, a not in-
vasive work up to exclude the inflammatory bowel dis-
ease should be warranted. The early recognition of the
CD, indeed, may help in delay the progression of the
pancreatic disease.
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TO THE EDITOR

It is well known that pancteas can be involved in the
course of inflammatory bowel diseases (IBD)". The
pancreatic disease can occur in cases of biliary lithiasis
or of the administration of 5-aminosalicylates (5-ASA),
corticosteroids, and azathioprine (AZA) or 6-mercapto-
purine™”. Most cases of pancreatitis are clinically silent

August 21, 2013 | Volume 19 | Issue 31 |



and the frequency of clinical pancreatitis is markedly
lower than that of asymptomatic hyperamylasemia or
of evidence of exocrine pancreas insufficiency!". The
potential association of the IBD with the pancreatic dis-
eases makes therefore a periodic assessment of the pan-
creatic function in all patients affected by IBD advisable.
A pancreatic disease may also precede the onset of the
IBD. It is shown that an acute pancreatitis may represent
the picture of presentation of the IBD in children such
as in adults”. As recently reported by Broide ez al” the
prevalence of acute pancreatitis as symptom of the on-
set of the IBD is 2.17% in children and 0.06 in adults".
Two previous reports found a prevalence of acute pan-
creatitis preceding IBD in 27%" and in about 5% of
the cases. Therefore it was suggestedm that in children,
after an episode of acute pancreatitis, specific attention
should be paid to other IBD susceptibility factors, that
could indicate investigations by colonoscopy and gastros-
copy. Idiopathic chronic pancreatitis, on the other hand,
was occasionally reported in association with the IBD,
mainly at pediatric age[()’sl. We report a case of a patient
who progressively developed the features of a chronic
pancreatitis, before the diagnosis of Crohn’s disease
(CD). When she was 4 years old, she was admitted with
abdominal pain, slightly raised C-reactive protein and of
erithro-sedimentation rate and high serum level of amy-
lase and lipase. No gallstones were found, but only edema
and enlargement of the pancreatic gland were reported
on abdominal ultrasound. She received the treatment of
the acute pancreatitis (intra-venous fluids, bowel rest,
antibiotic, protease and gastric acid inhibitors), with ben-
eficial effects on the pain and of the biochemical indices.
Thereafter, she developed numerous episodes of acute
pancreatitis. Therefore we planned the imaging and blood
examinations to exclude all the causes of the chronic and
recurrent pancreatitis. Serological tests for Cytomegalovi-
rus, Epstein-Barr virus, Echovirus, Rubella, Adenovirus,
Coxsackie virus, Legionella and Mycoplasma resulted nega-
tive. Immunoglobulin G serum level was into the normal
range, so to exclude an autoimmune pancreatic process.
The sweet test was negative. Genetic analysis for the mu-
tations of cystic fibrosis transmembrane conductor regu-
lator gene, for the cationic trypsinogen (PRSS7) gene, and
serine protease inhibitor Kazal type 1 (SPINKT7) were all
negative. The magnetic resonance cholangiopancreatogra-
phy showed a picture of chronic pancreatitis. This result
along with the persistence of severe abdominal pain led
us to schedule an endoscopic retrograde cholangiopan-
creatography to have a clear pancreatogram and therefore
to define the chronic process but also to perform the
pancreatic sphinterectomy[gl. The sphinterectomy was fol-
lowed by partial extraction of the pancreatic concretions
and by the placement of a plastic stent into the main
pancreatic duct for transpapillary drainage. The pancrea-
togram showed pancreatic calcifications and the distor-
tion of the main pancreatic duct, both findings consistent
with established chronic pancreatitis. The sphinterectomy
and the placement of the stent reduced the abdominal
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pain but did not impede the course of the pancreatic fail-
ure that required the enzymes replacement. Ten months
after the onset of the first episode of pancreatitis the
patient developed bloody diarrhea, mucus stools and rele-
vant increase of inflammation indices. The following not
invasive work up to define the suspected IBD showed
positive anti-saccaromyces cerevisiae antibodies and fecal
calprotectin. Stool cultures and stool test for Clostridinm
difficile toxins A and B were all negative. Upper and lower
endoscopies were therefore scheduled. Colonoscopy
revealed a diffuse colitis without involvement of the last
loop. The gastroscopy revealed a duodenal involvement,
with inflammation of the iuxta-papillary area. Then the
histological examination confirmed the diagnosis of CD
localized in the colon and in the duodenum. Further-
mote the nutritional treatment with an amino-acid based
formula by naso-gastric tube induced a partial regression
of the intestinal symptoms that relapsed when she re-
started a diversified oral nutrition. The use of 5-ASA
and of AZA determined an immediate increase of the
pancreatic enzymes; thus the patient received corticoid
alone, that improved the intestinal symptoms, without in-
fluencing the pancreatic function. The clinical phenotype
of the CD in this patient was very severe, with several
relapses requiring repeated courses of steroid treatment
and therefore we began the biological drugs. We started
with infliximab but, after the second administration that
induced a severe anaphylactic reaction, we temporary sus-
pended this treatment and we started a period of bowel
rest by home parenteral nutrition. The following re-
exacerbations were treated by short courses of steroids
that also showed beneficial effects on the pancreatic ex-
acerbations, with immediate regression of the pancreatic
pain and of the inflammatory indices. When she was 13
years old she begun the adalimumab that determined a
prolonged period of remission. The girl is now 16 years
old, she reached the pubertal development and she is
treated by adalimumab, without sevete re-exacerbations
of the intestinal disease. The pancreatic function is sup-
ported by the pancreatic enzymes. To our knowledge in
literature are reported 16 cases of chronic pancreatitis
associated with CD"" and none of them occurred at
pediatric age. Therefore we report the first pediatric case
of chronic pancreatitis as picture of presentation CD. In
our experience this is the first case of CD presenting as
chronic pancreatitis and therefore we may consider this
association very rare according with the literature data. It’
s not clear if the pancreatic inflammation may be a meta-
static presentation of CD or the complication of the du-
odenal involvement". In our patients the CD-associated
pancreatitis was due to the duodenal and to the iuxta-
papillary area involvement, causing duodenal reflux and
papilla obstruction. In this case the diagnosis of IBD
was made only 10 mo from the onset of the pancreatic
complaints, when the patient had already developed the
intestinal signs suggestive of intestinal inflammation.
When the CD was recognized the pancreatic disease had
already progressed towards a chronic relapsing process
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with intractable pain and exoctine pancreas insufficiency.
We may speculate that in this case the eatlier diagnosis
of CD might reduce the severity of the pancreatic dis-
ease, delaying the course of the pancreatic failure. Both
pancreatic pain and biochemical inflammation recovered
indeed after short treatments with steroids, so confirm-
ing that the progression of the pancreatic disease might
be influenced by a timely diagnosis of CD. In conclusion
in children the idiopathic chronic pancreatitis may be an
unusual presentation of CD. Thus, if other known cause
of chronic pancreatitis are not found, a not invasive
work up to exclude the IBD should be warranted. An
eatly coincidental diagnosis of the IBD may delay the
progression of the pancreatic disease.

REFERENCES

1  Navaneethan U, Shen B. Hepatopancreatobiliary manifes-
tations and complications associated with inflammatory
bowel disease. Inflamm Bowel Dis 2010; 16: 1598-1619 [PMID:
20198712 DOI: 10.1002/ibd.21219]

2 Frei P, Biedermann L, Nielsen OH, Rogler G. Use of thiopu-
rines in inflammatory bowel disease. World | Gastroenterol
2013; 19: 1040-1048 [PMID: 23467510 DOI: 10.3748/wjg.v19.
i7.1040]

(49

Boishidengs  WIG | www.wjgnet.com

Broide E, Dotan I, Weiss B, Wilschanski M, Yerushalmi B,
Klar A, Levine A. Idiopathic pancreatitis preceding the diag-
nosis of inflammatory bowel disease is more frequent in pe-
diatric patients. | Pediatr Gastroenterol Nutr 2011; 52: 714-717
[PMID: 21478760 DOI: 10.1097 / MPG.0b013e3182065cad]

Le Large-Guiheneuf C, Hugot JP, Faure C, Munck A,
Mougenot JF, Navarro J, Cézard JP. Pancreatic involvement
in inflammatory bowel diseases in children. Arch Pediatr
2002; 9: 469-477 [PMID: 12053540 DOI: 10.1016/50929-
693X(01)00828-4]

Stawarski A, Iwariczak F. Incidence of acute pancreatitis in
children with inflammatory bowel disease. Pol Merkur Lek-
arski 2004; 17: 33-36 [PMID: 15559607]

Evans ]S, George DE, Barwick KW, Lafer D]. Crohn’s dis-
ease presenting as chronic pancreatitis with biliary tract ob-
struction. | Pediatr Gastroenterol Nutr 1996; 22: 384-388 [PMID:
8732902 DOI: 10.1097 /00005176-199605000-00008]

Seidman EG, Deckelbaum RJ], Owen H, de Chadarévian JP,
Weber AM, Morin CL, Roy CC. Relapsing pancreatitis in
association with Crohn’s disease. | Pediatr Gastroenterol Nutr
1983; 2: 178-182 [PMID: 6886942 DOI: 10.1097/00005176-198
302010-00023]

Axon AT, Ashton MG, Lintott DJ. Chronic pancreatitis and
inflammatory bowel disease. Clin Radiol 1979; 30: 179-182
[PMID: 436366 DOI: 10.1016/S0009-9260(79)80146-4]

Jang JY, Yoon CH, Kim KM. Endoscopic retrograde cholan-
giopancreatography in pancreatic and biliary tract disease
in Korean children. World | Gastroenterol 2010; 16: 490-495
[PMID: 20101777 DOI: 10.3748 / wjg.v16.i4.490]

P- Reviewers Gong ZJ, Han TQ, Qin JM, Romero MR
S- Editor Huang XZ L- Editor A E- Editor LiJY

August 21, 2013 | Volume 19 | Issue 31 |



7B
JRnishideng®

Published by Baishideng Publishing Group Co., Limited
Flat C, 23/F., Lucky Plaza,
315-321 Lockhart Road, Wan Chai, Hong Kong, China
Fax: +852-65557188
Telephone: +852-31779906
E-mail: bpgoffice@wjgnet.com
http://www.wjgnet.com

ISSN1007-9327

9%7 5

71007793204

Baishideng Publishing Group Co., Limited © 2013 Baishideng. All rights reserved.




	5204.pdf
	WJGv19i31Back cover.pdf

