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Abstract

We report the case of a 75-year old woman
with collagenous colitis who presented with ery-
thematous and edematous plaques on the peri-
orbital and eyelid regions, accompanied by oral
ulcers. Histopathology showed a dermal neu-
trophilic infiltrate plus mild septal and lobular
panniculitis with lymphocytes, neutrophils and
eosinophils. Five years earlier she had present-
ed a flare of papules and vesicles on the trunk,
together with oral ulcers; a skin biopsy revealed
a neutrophilic dermal infiltrate and Sweet’s syn-
drome was diagnosed. Both the neutrophilic
panniculitis and the Sweet’s syndrome were
accompanied by fever, malaise and diarrhea.
Cutaneous and intestinal symptoms disap-
peared with corticoid therapy. The two types of
neutrophilic dermatoses that appeared in peri-
ods of colitis activity suggest that intestinal and
cutaneous manifestations may be related.

Introduction

Collagenous colitis is an inflammatory
bowel disease' characterized by normal macro-
scopic morphology of the colonic mucosa but
having a specific histological feature: a colla-
gen band deposition in the lamina propria.*
Although collagenous colitis has been linked to
several neutrophilic dermatoses,*? we have
found no reports in the literature associating
the disorder with Sweet’s syndrome and/or
neutrophilic panniculitis. We describe the case
of a woman who developed Sweet’s syndrome
and a neutrophilic infiltrate, mainly confined
to the panniculus, during periods of collage-
nous colitis activity. Both cutaneous and diges-
tive symptoms responded to steroid therapy.

Case Report

A 75-year old woman presented with ery-

[page 12]

thematous and edematous plaques on the
interciliary region in December 2005. Her
medical history included a collagenous colitis
diagnosed in 1990 from multiple biopsies of
the rectum, colon and cecum during the
workup for chronic watery diarrhea. Moderate
chronic inflammation of the lamina propria
and irregular thickening of the basal mem-
brane were observed. The patient did not
undergo regular check-ups at our center and
chronic diarrhea continued. She took only
sporadic loperamide.

She first visited our Dermatology depart-
ment in April 2002 when she presented oral
ulcers and erythematous papules and vesicles
on her lower limbs and trunk. She complained
of malaise, arthralgias, fever, diarrhea and
progressive weight loss in the previous two
weeks. A skin punch biopsy showed acute and
chronic perivascular, superficial and diffuse
dermatitis with numerous polymorphonuclear
lymphocytes (Figures 1 and 2). Sweet’s syn-
drome was diagnosed and she was admitted to
hospital. She was put on oral prednisone at
Img/kg/day and proctitis symptoms, cuta-
neous and oral lesions resolved within a week.
Prednisone was gradually tapered off (10 mg
every five days) until complete resolution.

In December 2005 she complained of fever,
oral ulcers and erythematous plaques on peri-
orbital and eyelid regions of 30 days’ dura-
tion. A course of 0.5 mg/kg/day oral pred-
nisone was prescribed and skin lesions
improved. When steroids were discontinued,
the lesions relapsed and diarrhea and fever
reappeared.

The patient returned to our Dermatology
unit one month later and clinical examina-
tion revealed erythematous, edematous and
well-defined plaques around the eyes (Figure
3) and oral ulcers (Figure 4). She did not
respond to co-amoxiclav 500 mg/8h and was
put on prednisone at 20 mg/day. The cuta-
neous lesions disappeared and intestinal
symptoms improved. Multiple rectum, sig-
moid, colon and cecum biopsies were consis-
tent with collagenous colitis.

After several days’ treatment, the patient
stopped taking the steroids. The periorbital
plaques flared up again. A skin punch biopsy
detected an inflammatory process, mainly
involving the subcutaneous fat. It showed a
septal and lobular pattern, and the inflamma-
tory infiltrate was composed of lymphocytes,
histiocytes and neutrophils. There was a mild
perivascular and interstitial infiltrate with
neutrophils and lymphocytes in the reticular
dermis. No necrosis was noted (Figures 5 and
6). Prednisone 20 mg/day was reintroduced
and the skin lesions healed completely.
Treatment was slowly tapered (approximately
5 mg every ten days) and the patient is cur-
rently on prednisone at 2.5 mg/day. Intestinal
symptoms are under control.
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Discussion

We consider that the two forms of neu-
trophilic dermatoses in this patient with col-
lagenous colitis were reactive to colitis flares.
The first skin eruption was diagnosed as
Sweet’s syndrome on the basis of clinical and
histological presentation. The second dermato-
sis was a neutrophilic panniculitis. There was
a temporal correlation between cutaneous and
digestive symptoms since all skin eruptions
were accompanied by diarrhea and all intestin-
al biopsies performed during these periods
were consistent with collagenous colitis.

Two types of subcutis involvement have
been described in patients with Sweet's syn-
drome. The most common pattern is a septal
panniculitis, similar to that seen in erythema
nodosum.’ It may appear as an isolated event
or simultaneously with a classical Sweet’s syn-
drome.>"" The second type is a pure lobular
neutrophilic infiltration of subcutaneous fat
(neutrophilic panniculitis).*” Several reports
have been published regarding neutrophilic
dermatoses presenting as facial or periorbital
edematous plaques, sometimes simulating
facial cellulitis."

We know of only three reports of cutaneous
manifestations associated to collagenous coli-



Figure 1. Histopathological study of skin
biopsy showing a perivascular and intersti-
tial inflammatory infiltrate composed by
lymphocytes, histiocytes and abundant
neutrophils (HEx100).

Figure 2. Detail of the lesion, showing
dense neutrophilic infiltrate (HEx400).

Figures 3 and 4. Clinical aspect of the
facial and oral lesions.
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Figures 5 and 6. Histopathological study
of skin lesion showing a neutrophilic infil-
trate in the subcutaneous fat between septa
and adipocytes (HEx100, HEx400).

tis, and all three corresponded to pyoderma
gangrenosum (one was a peristomal lesion).”
'"To the best of our knowledge, this is the first
case of collagenous colitis associated to
Sweet’s syndrome and neutrophilic panniculi-
tis. Most cutaneous manifestations of inflam-
matory bowel diseases lie within the spectrum
of neutrophilic dermatoses: erythema nodo-
sum, pyoderma gangrenosum, Sweet’s syn-
drome and neutrophilic pustulosis. There are
several reports in the literature of inflammato-
ry bowel disease patients who developed reac-
tive lesions (erythema nodosum, pyoderma
gangrenosum, generalized pustulosis) togeth-
er with Sweet’s syndrome as in our case, but
these did not occur simultaneously.*'*'2*

When associated to inflammatory bowel dis-
ease, Sweet’s syndrome may be a marker of its
activity, as it can run parallel to its clinical
course.*5™ 11120 and relapse during bouts of
inflammatory bowel disease.* Sweet’s syn-
drome is considered to be an inflammatory
bowel disease-associated dermatosis.**¢'>152 [t
is important to note that the association
between Sweet’s syndrome and inflammatory
bowel diseases encompasses special features.
In this context, the eruption shows a strong
predilection for women, and all the reports of
inflammatory bowel diseases associated to
Sweet’s syndrome have colonic or perianal
involvement.**"*!*%* Findings in our patient
support these data.

In conclusion, in view of the parallel course
with the intestinal disease, the response to
steroids, and the reports in the literature relat-
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ing inflammatory bowel diseases with neu-
trophilic dermatoses, we consider that both the
Sweet's syndrome and the neutrophilic panni-
culitis in the present patient were related to
collagenous colitis. These findings suggest
that collagenous colitis could be added to the
list of inflammatory bowel diseases associated
to neutrophilic dermatoses.
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