IMAGES OF THE MONTH

SPONSORED BY

Abbott

A Promise for Life

Severe and extensive enteritis following
colectomy for ulcerative colitis

Greg Rosenfeld MD', Hugh ] Freeman MD', Maura Brown MD?, Urs P Steinbrecher MD'

Icerative colitis is an inflammatory condition usually confined to

the colonic mucosa. However, inflammatory changes have been
recorded in the small bowel with ulcerative colitis, specifically in ileal
pouch mucosa after colectomy (ie, ‘pouchitis’) or in the terminal ileum
with severe pancolitis (ie, ‘backwash ileitis’). There have also been
rare previous reports of a more diffuse and distinctive form of diffuse
and extensive enteritis following total colectomy that responded to
steroids or calcineurin inhibitor use (1-3). Rarely, a fatal form of dif-
fuse enteritis following colectomy has been described (4,5). We report
a dramatic presentation of severe steroid-resistant panenteritis in a
patient three months after total colectomy for severe ulcerative colitis
that responded to tacrolimus.

CASE PRESENTATION

In 2009, a 43-year-old woman was investigated in another hospital for
abdominal pain and diarrhea. Upper gastrointestinal endoscopy and
biopsy studies of the stomach and small bowel were completely nor-
mal; however, colonoscopy with biopsies demonstrated endoscopic
and histopathological changes typical of ulcerative pancolitis. Initially,
her colitis responded to prednisone and azathioprine. However, over
time, she become more refractory despite treatment with mesalamine,
infliximab and certolizumab. This led to a colectomy with an ileos-
tomy in September 2011, with reconstructive pouch surgery planned
for a later date.

In January 2012, she presented to the emergency department of
the Vancouver General Hospital (Vancouver, British Columbia) with
crampy, epigastric pain for approximately one month. In the week
before presentation, nausea and vomiting also developed along with

Figure 1) Computed tomography scan showing diffuse bowel edema and
mesenteric lymphadenopathy. The bowel wall thickening was seen to extend
throughout the small bowel

an estimated 2.5 kg to 5 kg weight loss. Her bloodwork revealed a mild
leukocytosis (white blood cell count 11.4x10%/L). A computed tom-
ography scan of the abdomen, however, showed diffuse and extensive
small bowel thickening (Figure 1). Upper gastrointestinal endoscopy
and push enteroscopy showed changes of gastritis and confirmed
severe and diffuse enteritis (Figure 2). Biopsies of the duodenum and
jejunum documented moderate to severe active inflammatory changes
in the small bowel mucosa with cryptitis. There was no intraepithelial

edema and inflammation but no discrete ulcerations. B Nineteen days later,
after receiving intravenous steroids with some symptomatic improvement but
the endoscopic appearance was slightly more severe
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lymphocytosis and granulomas were not seen. Fecal cultures and para-
site studies were negative, including Clostridium difficile, and antibody
levels to tissue transglutaminase were in the normal range. There was
no recent history of alcohol, acetylsalicylic acid or other nonsteroidal
anti-inflammatory drug use.

Despite treatment with intravenous corticosteroids and parenteral
nutrition, symptoms continued and enteroscopy was repeated with
biopsies. These showed a persistent and severe diffuse inflammatory
process, most severe in the duodenum, with extensive involvement of
the visualized jejuno-ileum. Treatment with oral tacrolimus (3 mg
twice/day) as salvage therapy resulted in improvement with resolution
of her pain, permitting complete resumption of normal oral intake and
discharge from hospital.

DISCUSSION
Ulcerative colitis is usually limited to the colon and, occasionally, the
distal terminal ileum (‘backwash ileitis’). In cases of severe and exten-
sive colitis, total colectomy with ileoanal anastomosis is generally
considered to be curative, although pouchitis may develop later in the
ileal pouch mucosa. There have also been rare reports of severe and
extensive enteritis in patients postcolectomy. In these individuals, the
endoscopic and histological findings in the small intestine appear to be
more consistent with a diffuse mucosal inflammatory process typical of
ulcerative colitis involving the small bowel rather than Crohn disease
(1-5). Our patient’s presentation was especially impressive because of
the documentation of normal endoscopic and histopathological chan-
ges before colectomy, and the findings following colectomy that her
disease was most prominent in the proximal small bowel along with
extension throughout the jejuno-ileum. Furthermore, our patient did
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not appear to respond to oral or intravenous corticosteroids, but required
parenteral nutrition and the calcineurin inhibitor tacrolimus.

Other diagnostic considerations may normally include an infec-
tious, ischemic, toxic or immunological cause, but these were excluded.
Cultures were negative, including studies for C difficile, and there was
no history of alcohol or nonsteroidal anti-inflammatory drug use.
Although celiac disease has occasionally been associated with ulcera-
tive colitis, serological evaluation for tissue transglutaminase anti-
bodies was negative and biopsies failed to show the usual findings of
celiac disease, including intraepithelial lymphocytosis. Crohn disease
would normally be considered in this setting but the endoscopic and
histopathological changes were typical of ulcerative colitis, and patho-
logical changes in biopsies and surgical specimens showed no
granulomas.

An additional consideration here may be an entirely novel form of
inflammatory disease. Interestingly, although sporadic rare cases from
the United States and Europe have been noted after colectomy, several
have been reported from Japan (6), raising the possibility that unique
genetic or environmental factors play a role. The etiopathogenesis of
this severe and diffuse inflammatory process in the small bowel after
colectomy is intriguing. A sudden change in inflammatory mediators
or inhibitors following cessation of medical treatment of colitis with
potent immunosuppressants or biological agents followed by colect-
omy could have played a role. Alternatively, a ‘graft-versus-host’-like
immunopathological process has been suggested (3). Clinicians caring
for patients with inflammatory bowel disease treated with colectomy
and having the expectation that surgical therapy will be curative
should be aware of this distinctive and potentially fatal form of
small intestinal inflammatory process.
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She has Crohn’s for life.

Shouldn’t clinical evidence
recognize and support that?

E Abbott

A Promise for Life

867





