
Introduction

Crohn’s disease (CD) is a chronic inflammatory
disease of unknown etiology that affects mainly the
bowel (1), but every organ of the digestive system
might be involved (2). The location outside the gas-
trointestinal (GI) tract is considered an exceptional
event.

Case report

E. P., male, born in 1959, presented with a remote
pathological anamnesis of facial paralysis a frigore
which occurred at the age of 27 years, and hyperten-
sive crises which lasted for months, defined as neu-
rovegetatives, documented in the following 3 years.

In 1990, following a persistent and intense epi-
gastric pain, the patient underwent upper gastroin-
testinal endoscopy (EGD), during which gastric ulcer

was diagnosed. The lesion was treated with H2-an-
tagonist drugs at full dose for 6 weeks with no symp-
tomatic benefit, and then with proton pump inhibitors
at full dose for 4 weeks, but after that period, the ul-
cer did not show any regression. Therefore, the addi-
tion of sucralfate was proposed. A few months later,
after digestive hemorrhage from the same location
(Fig. 1), the patient underwent gastrectomy with
Roux –en-Y anastomosis. Histology diagnosed “gas-
tric ulcer with periulcerative gastritis, chronic granulo-
matous gastritis and reactive lymph nodes”.

In 1991, following the onset of diarrhea with rel-
evant anemia and rectal bleeding, E. P. was hospital-
ized again. At colonoscopy, “stenosis for an extension
of 15 cm associated with aphthous ulcers” was detect-
ed in the cecum and ascending colon as well as a
“modest narrowing“ of distal ileum. He was dis-
charged with a diagnosis of CD localized in the
stomach, ileum and colon and he was sent to our at-
tention.
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The following year, due to CD relapse, a treat-
ment with oral corticosteroids tapering (prednisone,
starting with 50 mg/day and reducing by 5 mg every
10 days) was started. At the end of this treatment, a
long-term maintenance therapy with oral mesalazine
(800 mg/day) was performed. After 1 year, following
an acute abdomen due to a tamponade perforation of
the last ileal loop with a pericecal abscess, E. P. under-
went, in emergency, “right colectomy plus resection of
80 cm of terminal ileum and ileal-transverse end-to-
side isoperistaltic anastomosis”. Histologic examina-
tion revealed a framework of “multiple ulcers, trans-
mural inflammatory infiltration and sclerosis, multin-
odular chronic lymphadenitis with granulomatosis
features. Thereafter, the patient had no symptomatic
benefit and showed persistent diarrhea, abdominal
pain mainly localized in the lower regions and pol-
yarthralgia of the large joints, resulting in oral corti-
costeroid therapy (prednisone, starting with 50
mg/day, reducing by 5 mg every 10 days and main-
taining the dose of 10 mg/day for 7 months) associat-
ed with cycles of ciprofloxacin being started again.

In association with these events, epistaxis ap-
peared which persisted for over 5 months, with
episodes of clinical relevance followed by anemia.
Analysis of blood samples showed normal blood coag-
ulation parameters, and instrumental examinations

(X-ray of the paranasals sinuses and computed to-
mography of the facial bones) revealed a well-defined
mucosal thickening at the base of the left maxillary si-
nus where biopsies were performed. These showed
“mucosa covered by stratified squamous epithelium,
site of acanthotic hyperplasia and hyperkeratosis, un-
derlying chorion surface infiltrated by elements of
nonspecific inflammation, evidence of granulomatosis
features”. The diagnosis was nasal localization of CD.
In June 1994, following the development of anorectal
sepsis, the patient went to Saint Mark’s Hospital in
London where an abscess was drained and 4 setons
were placed to facilitate drainage through a fistula. On
this occasion, the diagnosis of nasal CD was con-
firmed and treatment with beclomethasone spray (200
mcg/ml, 1 ml per session 3 times a day) was intro-
duced. This was continued for 5 months with good
control of ENT manifestations.

After an intermittent pattern of disease during
the years 1995-1998, the patient came to our attention
for a control visit in March 1999 with increased
weight, 3 normochromic fecal discharges daily and
without episodes of epistaxis. During this period, he
had undergone continuous treatment with mesalazine
250 mg 6 times daily. However, in the course of the
same year, he was hospitalized for pneumonia and in-
travenously treated with cephalosporins.

In subsequent years, nasal and intestinal manifes-
tations of CD followed an intermittent trend with use
on demand of corticosteroids and monthly adminis-
tration of antibiotics.

In April 2003, the patient was urgently admitted
to the hospital for jejunal perforation and underwent
“jejunal resection and end-to-end anastomosis in a
double layer of the first jejunal loop and of the loop of
Roux –en-Y anastomosis with a fistula; bowel segment
isolation and resection of 35 cm of terminal ileum plus
the anastomosis and 5 cm of transverse colon; protec-
tive transient ileostomy on the last ileal loop”. Histo-
logic examination described “chronic transmural in-
flammation, extensive ulcerations with areas of pyloric
metaplasia, submucosal edema, peritonitis, reactive
hyperplasia in perigranular lymph nodes”. A few days
later, following hematoma and perianastomotic is-
chemic colitis, EP underwent “resection of the last 30
cm of terminal ileum and ileostomy in the right iliac

Figure 1. Bleeding gastric ulcer of the described patient suffer-
ing from Crohn’s disease involving the entire gastrointestinal
tract
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region”. In the following days, he had respiratory fail-
ure of infectious origin (from bronchial aspirate
Staphylococcus aureus, Corynebacterium species, Es-
cherichia coli and Candida albicans were isolated) resis-
tant to targeted and broad-spectrum antibiotics and
antifungal treatments. The progressive deterioration
induced shock, cardiac arrest and exitus.

Conclusions

In the population of Northern Italy, the incidence
of CD is 3.4/100.000 inhabitants/year (3). At the be-
ginning, the concurrent involvement of small and
large intestine affects approximately 40% of cases,
while the exclusive ileal involvement is equivalent to
30% and that of colon to 25% of patients, respective-
ly. The remaining locations of the GI tract are in-
volved in percentages ranging between 0.5 and 5% of
cases (4).

The early lesion of CD is the aphthous ulcer en-
doscopically recognizable like minute erosion with
white bottom and hyperemic margins, which tend to
deepen in the mucosa with longitudinal fissures and
appearance “to cobblestone” mucosa. The granulomas
are the only feature of certain diagnosis and consist of
epithelioid cells, occasional Langhans giant cells and
lymphocytic mantle. However, granulomas are found
in only 50% of cases, and in the remaining ones, diag-
nosis is based on the histological evidence of nonspe-
cific transmural inflammation combined with clinical
data (2).

Although in literature cases of location of CD in
almost all the digestive system are described, descrip-
tions of nasal involvement are rare. In a literature re-
view, published in 2004, only 4 descriptions of nasal
localization of CD were given (5). In these cases, the
diagnosis occurred after episodes of sinusitis with
polypoid features, nasal congestion or nasal stenosis
(5).

The involvement of nasal mucosa in CD in E. P.
is well documented, considering the identical diagno-

sis in 2 different centers (in Italy and in UK) and the
success in the symptomatic control through the use of
beclomethasone. This description is even more rele-
vant when one considers that this case is unique in our
outpatient center, in which between 10,000 and
12,000 visits are yearly perfomed (6) and of which ap-
proximately 2400 for inflammatory bowel disease (7).

The message from this case report is that in CD
patients, the occurrence of repeated episodes of epis-
taxis should prompt a consideration in the differential
diagnosis of nasal location of CD.
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