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INTRODUCTION:  Localized  vasculitis  of  the  gastrointestinal  tract  is  an uncommon  disease  that  mainly
presents  as polyarteritis  nodosa  and  is mainly  located  on small  bowel  and  gall  bladder.  Localized
eosinophilic  vasculitis  of the  colon,  which  needs  surgical  intervention,  has  never  been  reported  before.
CASE PRESENTATION:  A  40-year-old  man  was  diagnosed  with  localized  eosinophilic  vasculitis  of  the  colon
with an  initial presentation  of necrotizing  colitis  of  ascending  colon.  After  right  hemicolectomy,  extensive
thrombosis  of  the  liver  and spleen  occurred  with the  presentation  of  abdominal  pain.  The histopatholog-
ical  analysis  revealed  ischemic  colitis  with  eosinophilic  vasculitis  in  medium-sized  vessels  throughout
the  colon.  The  thrombosis  was  improved  after  prednisolone  and  azathioprine  were  given.  The  results
osinophilic vasculitis
olitis
ase report

of  all  autoimmune  tests,  including  those  for anti-neutrophil  cytoplasmic  antibodies,  were  all  negative
except  the  elevation  of  serum  immunoglobulin  E (680  kU/L  [normal,  <25  kU/L]).
CONCLUSION:  Although  the  patient  failed  to meet  the criteria  of  the  Churg-Strauss  syndrome,  this
case  may  represent  an  atypical  localized  variant  of eosinophilic  vasculitis  of the  gastrointestinal  tract.
Immunosuppressant  therapy  should  be considered  after  surgery.

© 2020  Published  by  Elsevier  Ltd on  behalf  of IJS Publishing  Group  Ltd.  This  is  an  open  access  article
under  the CC  BY-NC-ND  license  (http://creativecommons.org/licenses/by-nc-nd/4.0/).
. Introduction

Localized vasculitis of the gastrointestinal tract (LVGT) is an
ncommon type of vasculitis that affects the entire gastrointesti-
al system, including the esophagus, stomach, small and large

ntestines, appendix, omentum, gallbladder, and pancreas [1].
ost LVGT cases present as polyarteritis nodosa, and eosinophilic

asculitis has been rarely reported so far [1,2]. Although some
VGT cases can be treated through surgical resection alone, many
atients still require following immunosuppressant therapy [1–6].

The work of this case has been reported in line with the SCARE
018 criteria [7].
. Patient information

A 40-year-old man  presented to our emergency department
ith progressive periumbilical pain and bloating for three days.

∗ Corresponding author at: Division of Colon and Rectal Surgery, Department of
urgery, Chang Gung Memorial Hospital, 5 Fu-Hsing St. Kueishan, Taoyuan, 333,
aiwan.

E-mail address: Chunkai.liao@gmail.com (C.-K. Liao).

ttps://doi.org/10.1016/j.ijscr.2020.09.006
210-2612/© 2020 Published by Elsevier Ltd on behalf of IJS Publishing Group Ltd. This is
reativecommons.org/licenses/by-nc-nd/4.0/).
He denied nausea, vomiting, diarrhea, bloody stool, or fever. He
was generally healthy before, denied any substance using (Tabaco,
alcohol or illicit substances). He also denied any systemic diseases,
including asthma or allergic rhinitis. He reported no any surgery
received before nor hereditary diseases in his family.

2.1. Clinical findings and diagnostic assessment

Physical examination revealed lower abdominal tenderness
without any signs of peritonitis. Abdominal computed tomogra-
phy (CT) revealed right side colitis with pericolic fat stranding.
Laboratory tests revealed leukocytosis (white blood cell [WBC]
count, 24,200/�L) with left-shift granulocyte (segment 68%, band
3%), elevated C-reactive protein levels (50.78 mg/dL), and abso-
lute eosinophil count (AEC) of 968/�L. The patient was  initially
admitted with the diagnosis of colitis. Bowel rest and intravenous
antibiotics were given initially. However, progressive abdominal
pain and diffuse peritoneal signs were presented three days after
admission. Subsequent laboratory tests showed progressively ele-

vated C-reactive protein (153.67 mg/L), leukocytosis (WBC count,
24,200/�L), and marked eosinophilia (AEC, 3316/�L). In contrast,
serum lipase (24 U/L) and aspartate transaminase (22 U/L) were
normal.
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ig. 1. Histopathology of the resected colon. (a) Low-power magnification: thrombo
ormation and dense eosinophilic infiltration of the vessels.

.2. Therapeutic intervention

The patient underwent laparoscopic right colectomy on the
hird day of admission. Ascending colon inflammation with
mentum shifting and mild turbid ascites were observed intra-
peratively. The postoperative course was smooth, except for
ersistent eosinophilia with an AEC of 8277/�L  on a postop-
rative day 9, the date of discharge. Histopathological analysis
evealed ischemic colitis with eosinophilic vasculitis in medium-
ized vessels throughout the colon, including the resection margin
Fig. 1).

However, the patient returned to the emergency department
hree days after discharge due to diffuse, dull pain in the abdomen.
bdominal CT revealed multiple tiny hypodense lesions over

he spleen and liver. Laboratory test results revealed a WBC
ount of 12,200/�L and AEC of 3720/�L; the serum C-reactive
rotein level was elevated (119 mg/L), and erythrocyte sedimen-
ation rate (ESR) was 59 mm/h. The symptoms of abdominal pain
mproved after methylprednisolone (80 mg  per day) and enoxa-
arin administration. Subsequent tests revealed elevated serum
otal immunoglobulin (Ig) E levels (680 kU/L [normal, <25 kU/L]).
he test results for hepatitis B and C viruses were negative. Autoim-
une test results revealed anti-neutrophil cytoplasmic antibody,

ntinuclear antibody, rheumatoid factor IgM, anti-�2 glycoprotein
 IgG, anti-cardiolipin IgG, anti-SSA/B antibodies, protein-S, and
rotein-C levels to be either negative or within normal limits. Under
table conditions, immunosuppressants (prednisolone, 50 mg,  and
zathioprine, 50 mg  per day) and anticoagulants were provided to
he patients orally.

.3. Follow-up and outcomes

The patient was discharged and followed up in the outpatient
epartment. Oral prednisolone dosage was gradually tapered to 2.5
g/day, whereas azathioprine was discontinued 1 month after dis-

harge. ESR and AEC gradually returned to normal limits after 2 and
 months of follow-up, respectively.

. Discussion

This case report illustrates that LVGT can initially present
s eosinophilic vasculitis of the colon with symptoms of acute
bdomen due to necrotizing colitis. The patient in the current
tudy did not present with paranasal sinusitis, transient pulmonary

pacities or a history of asthma, and therefore, failed to meet the
riteria of eosinophilic granulomatosis with polyangiitis (EGPA).
urthermore, the histology of the resected colon demonstrated
osinophilic vasculitis instead of diffuse layers of infiltration by
lood vessels and multiple foci of necrosis. (b) High-power magnification: thrombus

eosinophils, thus making the diagnosis of eosinophilic gastroenteri-
tis unlikely [8,9]. Most LVGT cases present as polyarteritis nodosa,
and localized eosinophilic vasculitis in the gastrointestinal tract
has been reported in only two cases [2,3,6]. In the largest case
series of the Mayo Clinic, which included 18 cases over a 12-year
period, only one case of large bowel infarction was observed, and no
eosinophilic vasculitis was reported [1]. Another case series focus-
ing on incidental LVGT over a 12-year period included nine cases, of
which one presented with eosinophilic venulitis of the appendix;
the patient recovered well after appendectomy [2]. To the best of
our knowledge, this is the first report of eosinophilic vasculitis (i.e.,
LVGT) of the colon, which initially presented as necrotizing colitis
and required surgical intervention.

The laboratory findings in patients with LVGT are mostly non-
specific, and the autoantibody profiles are mostly negative [1–3].
In addition to eosinophilia and elevated C-reactive protein level
and ESR, the autoimmune tests in the current report were nega-
tive with IgE elevation as the only positive finding. Although the
course of eosinophilic vasculitis with end-organ damage was  sim-
ilar to that of EGPA, the absence of a history of asthma failed to
meet the criteria. Similarly, another case (a 13-year-old boy) with
isolated eosinophilic mesenteric vasculitis and extensive thrombo-
sis presented with negative serological test results and no history
of asthma, which implies the possibility of an atypical presentation
of EGPA [3].

LVGT is mainly treated through surgery initially, but follow-
ing immunosuppressive therapy are often required in many cases
[1–6]. Of the two cases with localized eosinophilic vasculitis
in the gastrointestinal tract, the one with incidental localized
eosinophilic venulitis of the appendix that initially manifested as
appendicitis was  resolved through appendectomy [2]. By contrast,
another 13-year-old boy with eosinophilic mesenteric vasculitis
who underwent small bowel resection initially due to infarc-
tion received oral prednisolone, cyclophosphamide, and warfarin
due to extensive infarction after surgery [3]. In addition, the
current patient presented with vasculitis on the surgical mar-
gin, which indicated that the condition could extend beyond the
infarcted segment. Furthermore, multiple intraabdominal throm-
boses immediately after the discharge of the patient confirmed the
need for follow-up therapy. Hence, immunosuppressive therapy
should be provided to patients immediately after surgery to prevent
subsequent episodes of thrombosis.

In conclusion, this was the first report of eosinophilic vasculi-
tis, presenting as LVGT of the large bowel with symptoms of acute

abdomen followed by spleen and liver thrombosis. In addition to
surgical resection, subsequent immunosuppressive therapy should
be considered if the patient presents with eosinophilia or vasculitis
that extends up to the surgical margin. Although the patient failed
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o meet the EGPA criteria, atypical types of LVGT with localized
ariants should be considered.
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