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An Atypical Extraintestinal Manifestation in a Child
with Ulcerative Colitis: Cutaneous Leukocytoclastic

Vasculitis
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Dear Editor:

Approximately 15% ~20% of the pediatric patients with
inflammatory bowel disease develop extraintestinal mani-
festations'>. The most common cutaneous extraintestinal
manifestation of ulcerative colitis (UC) is erythema nodo-
sum, pyoderma gangrenosum, and psoriasis®. Leukocyto-
clastic vasculitis (LCV) can rarely be associated with UC
and it is reported that the onset of cutaneous LCV pre-
cedes the intestinal symptoms'. Here, we present a case
diagnosed with LCV 2 weeks after the development of pe-
diatric UC.

A 14-year-old girl was admitted to our hospital for evalua-
tion of sudden pain of left shoulder and intestinal symp-
toms such as abdominal pain, nausea, vomiting and diar-
rhea for 2 days. Two days later, she presented with bloody
diarrhea 2~ 3 times a day. Colonoscopy revealed edema-
tous mucosal erythema and exudates, mucosal friability,
and spontaneous bleeding on the entire colon and the
rectum. Magnetic resonance imaging of left shoulder show-
ed possible multifocal myositis of left shoulder. Laboratory
findings were within normal limits, except for elevated
white blood cell count (10,700/ml) and C-reactive protein
levels (7.92 mg/dl). Serologic examination was positive for
perinuclear antineutrophil cytoplasmic antibodies. Methyl-
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prednisone was initiated at a dose of 1 mg/kg/d, resulting
in rapid relief from myalgia and hematochezia. Two weeks
later, she was referred to the department of dermatology
for tender, purpuric patches and bullae on her left buttock,
right shoulder and lower abdomen (Fig. 1). A biopsy speci-
men of right shoulder demonstrated LCV (Fig. 2). Cyclospo-
rine was started intravenously at 2 mg/kg/d; subsequently,
the skin eruption and intestinal symptoms slowly resolved.
She was still well with oral mesalazine and azathioprine.
LCV is characterized by inflammation of postcapillary ven-
ules with neutrophilic infiltration, nuclear debris and fi-
brinoid necrosis. It is considered as an immune-complex
disorder triggered by various drugs, infections, malignancies,
and autoimmune disorders'. LCV is uncommon in patients
with UC as compared to other skin manifestations”. One
possible explanation of the association between these two
disorders is that the pathogenesis of both is based on im-
mune mechanisms and deposition of immune complexes
in the vascular structure and intestinal mucosa for LCV
and UG, respectively’. In the English literature, 19 cases of
biopsy-proven LCV have been reported in patients with
UC*®. In 8 out of 20 patients (40%) with UC, LCV devel-
oped before 20 years of age. In 7 out of 20 patients (35%),
LCV developed prior to clinical manifestations of UC by
1-18 months. LCV and UC occurred concurrently in 4 pa-
tients (20%). Nine out of 20 patients (45%) had a diagnosis
of UC before presenting LCV from 2 weeks to 20 years.
Lower extremities were the most commonly involved sites
of LCV (90%). In most cases, cutaneous symptoms present-
ed as purpuric macules or patches. As the treatment for
these two disorders involves same medications, LCV com-
plicating UC can be treated with corticosteroids or immu-
nosuppresive agents.

In conclusion, dermatologists should be aware that LCV
may rarely occur before, after, or simultaneously with the
diagnosis of UC, as it does not show a typical symptom
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Fig. 1. (A, B) Physical examination showed tender, purpuric patches and bullae on her left buttock (A) and right shoulder (B). We
received the patient’s consent form about publishing all photographic materials.

and leaves a permanent defect if early treatment is not
presented.
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Fig. 2. (A, B) Histopathological find-
ings revealed leukocytoclastic vas-
culitis. Fibrinoid necrosis of vessel
wall, neutrophilic infiltration and
extravasation of red blood cells
were shown (A: hematoxylin and
eosin [H&E], x40; B: H&E, x200).

REFERENCES

The authors have nothing to disclose.

ORCID

Se Jin Oh, https://orcid.org/0000-0001-7525-4740
YoungHwan Choi, https://orcid.org/0000-0003-4177-7724
Cho Rok Kim, https://orcid.org/0000-0003-4168-4245
Ji-Hye Park, https://orcid.org/0000-0002-6699-5202

Jong Hee Lee, https://orcid.org/0000-0001-8536-1179
Dong-Youn Lee, https://orcid.org/0000-0003-0765-9812

. Akbulut S, Ozaslan E, Topal F, Albayrak L, Kayhan B, Efe C.

Ulcerative colitis presenting as leukocytoclastic vasculitis of
skin. World J Gastroenterol 2008;14:2448-2450.

. Jose FA, Garnett EA, Vittinghoff E, Ferry GD, Winter HS,

Baldassano RN, et al. Development of extraintestinal mani-
festations in pediatric patients with inflammatory bowel dis-
ease. Inflamm Bowel Dis 2009;15:63-68.

. Hong JS, Jin SP, Choi M, Lee KL, Lee JH, Cho S. Annular leuko-

cytoclastic vasculitis in a patient with ulcerative colitis. Ann
Dermatol 2011;23(Suppl 3):5338-5340.

. Butts GT, Bishop PR, Wyatt JP, Nowicki M). Leukocytocla-

stic vasculitis in an adolescent with ulcerative colitis: report
of a case and review of the literature. SAGE Open Med Case
Rep 2014;2:2050313X14547609.

. Ho T, Orenstein LAV, Boos MD, White KP, Fett N. Cutaneous

small-vessel vasculitis in two children with inflammatory bowel
disease: case series and review of the literature. Pediatr
Dermatol 2017;34:e235-e240.

Vol. 32, No. 1, 2020 91



