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Abstract

Crohn'’s disease is a chronic inflammatory disease of the gastrointestinal tract with relapsing
and remitting episodes. Abscesses and fistulas are the most common presentations of ano-
rectal Crohn’s disease. Antibiotics and surgical incision and drainage have been successful in
treating perianal disease. We present here a 48-year-old woman with known case of Crohn's
disease who presented with massive swelling in the perianal region with severe throbbing
pain and high-grade fever, 38.2°C; the surgeon noted a large perianal abscess near the anal
verge with redness, hotness, and tenderness. One and a half months from perianal abscess
surgery, culture sensitivity was done due to delayed wound healing and passage of greenish
discharge, and it revealed highly resistant bacteria Proteus mirabilis, Escherichia coli, and
Staphylococci. In conclusion, clinicians should be aware that abscess and fistula have a fair
chance to develop in Crohn’s disease patients who are using immunomodulating and immu-
nosuppressant therapy. In abscess and fistula cases, surgery should be determined as soon
as possible, and close clinical monitoring should be performed. We recommend routine
screening for enteric fistula and culture sensitivity of any discharge prior to the initiation of
any antibiotic. Appropriate intervention should then be undertaken.
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Introduction

Crohn’s disease (CD) is a chronic inflammatory disease of the gastrointestinal tract with
relapsing and remitting episodes, and it can affect the entire gastrointestinal tract. Clinical
presentation of the disease includes right lower quadrant abdominal pain, chronic diarrhea,
weightloss, fatigue, and anorexia. In approximately 50% of CD patients, extraintestinal mani-
festation may occur, such as pauciarticular large joint arthritis and erythema nodosum [1].

Several perianal lesions including fissures, hemorrhoids, skin tags, fistulas and abscesses
are associated with CD. These lesions can occur at any time in the course of the disease, and
they occur in nearly half of the pediatric CD patients [2]. The most common presentations of
anorectal CD are abscesses and fistulas. Twenty-six percent of patients will present with an
abscess and an additional 29% will present with a fistula [3]. Treatment of the perianal
abscess is surgery, but we can avoid emergent surgery by antibiotic and percutaneous
drainage [1].

About 66% of patients with inflammatory bowel disease (IBD) take corticosteroids,
14-20% are treated with immunomodulator therapy, and 5% use infliximab [4]. Around 15%
of patients with IBD are treated with antibiotics over a period of 12 years. Patients with CD
experience frequent hospitalizations and the routine use of antibiotics during their course of
the disease, which may predispose them to antimicrobial-resistant microorganisms [5].
According to one study [6], there was no difference between IBD patients and non-IBD
patients in the risk of antibiotic resistance except for high antibiotic exposure. We report a
case of antimicrobial-resistant organisms and flaring up of manifestation after perianal
abscess surgery in a long-standing CD female patient.

Case Presentation

Here, we report a case of a 48-year-old woman who was diagnosed with CD at the age of
41. Prior to the diagnosis, there were multiple surgical excisions of perianal skin tags which
were diagnosed falsely as external hemorrhoids. Since the age of 41, the patient’s drug therapy
consisted of immunosuppressive infliximab intravenous injections and immunosuppressive
azathioprine and mesalamine, an aminosalicylate anti-inflammatory agent. This aggressive
drug therapy was prescribed in 2013 due to the first 2 entero-enteric fistulas. After healing
of the fistulas after 6 months which was assessed through MRI for entero-enteric fistulas
imaging, the treatment with anti-TNF antibodies continued and installed till now. The patient
condition was not stable; on the last 7 years after 2 years from diagnosis, increasing trash
level of infliximab occurred, and the gastroenterologist stopped infliximab for 2 months, and
he recommended continuing immunosuppressive azathioprine and mesalamine with pred-
nisolone 50 mg with gradual withdrawal of the dose and then subcutaneous adalimumab
every 2 weeks. The condition was not improved; then, the patient was shifted to other mono-
clonal antibodies starting from certolizumab and vedolizumab and finally from December
2019 till now with ustekinumab (Stelara) and oral medications.

InDecember 2019, CT with contrast was performed as a routine follow-up, but the patient
had severe anaphylactic reaction, and an aggressive course of oral corticosteroids was
prescribed for 10 days. Missed diagnosis on reading the CT report. One week later after
subsidence of anaphylactic reaction, a swelling in the perianal region with severe throbbing
pain was felt and high-grade fever 38.2°C; the surgeon noted a large perianal abscess near the
anal verge with redness, hotness, and tenderness. A course of Augmentin 1 g was prescribed
with analgesic and antipyretics for 10 days; 2 days later from diagnosis, an opened sinus tract
occurred discharging large amount of pus. In January 2020, MRI fistula was done which noted
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Fig. 1. MRI perianal fistula with small related
horseshoe intersphincteric collection near the
anal verge.

evidence of small right-sided intersphincteric horseshoe abscess 1.5 x 1 x 2.2 cm in inter-
sphincteric space and extending from 7 to 9 o’clock continuous with right-sided low inter-
sphincteric fistulous tract descending into the right side of the anal cleft. Fistulectomy oper-
ation was recommended, but due to unknown reason, the surgery was postponed till July
2020 where another MRI was done which was compared to previous imaging, and its opening
was noted at 8 o’clock about 5.8 cm from the anal verge and descends at the intersphincteric
space with small related horseshoe intersphincteric collection about 1.5 cm from the anal
verge (shown in Fig. 1). Incision, excision of skin tags and fistulous tract which was sent to
the pathologist, and drainage operation with antibiotics coverage were done, with recom-
mendation to stop the immunomodulating therapy and immunosuppressant before and after
the operation till complete healing and closure of the wound. Histopathology report revealed
nonspecificinflammatory fistula showing granulation tissue lining consisting of newly formed
small vascular channels, surrounded by fibroblastic proliferations with chronic inflammatory
cellular infiltrations. The marginal surface epithelium shows acanthosis and hyperkeratosis
with pseudoepitheliomatous hyperplasia (shown in Fig. 2a, b). One and a half months from
operation, the surgeon prescribed culture sensitivity from the discharge, and it revealed
highly resistant bacteria Proteus mirabilis and Escherichia coli (E. coli). Curam tablet (trime-
thoprim sulfamethoxazole) was prescribed for 14 days, but the condition was not improved.
With the discharge passages, another culture sensitivity was done revealing P. mirabilis, E.
coli, and Staphylococci. Antibiotic course was repeated with Flagyl 500 mg tablet, the opening
closed after 4 months, and the patient was diagnosed with CD; fecal calprotectin 2000 pg/g,
CRP 28 mg/L with abdominal distension, and passage of blood with defecation. The patient
noted fecal incontinence, and the surgeon asked for MRI with contrast and examination of the
fistulous tract under anesthesia to fulfill and evaluate the right diagnosis.

Discussion

We report a case of antimicrobial multidrug-resistant organisms and flaring up of mani-
festation after perianal abscess surgery in a patient with long-standing CD. Perianal abscesses
are considered one of the most common surgical cases faced by both general and colorectal
surgeons. Patients with perianal abscess present with severe pain, tenderness, swelling, and
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Fig. 2. a Nonspecific inflammatory fistula showing granulation tissue lining consisting of newly formed small
vascular channels. b Acanthosis and hyperkeratosis with pseudoepitheliomatous hyperplasia. Power mag-
nification for all microscopy images, x10 objective and x10 eyepiece.

fluctuation on rectal examination. Extension of a cryptoglandular infection or obstruction of
a perianal fistula is the main cause of perianal abscesses [3]. The management of perianal
abscesses includes treatment of systemic symptoms with broad-spectrum antibiotics, but the
definitive management is surgical incision and drainage [7] which has been delayed in our
case.

Antibiotics have been successful in treating perianal disease and have been used on the
basis that the bacterial flora, especially anaerobes, contributes to perianal sepsis [7]. The
routine use of antibiotics may be considered as malpractice and does not improve healing
times in CD. Their use should be limited to treating patients with impaired resistance to
infection such as immunosuppression, diabetes, and extensive cellulitis. A previous study
showed resistance of Gram-negative bacteria to ciprofloxacin in CD patients with intra-
abdominal abscesses [8]. In our case, one and a half months after perianal abscess surgery,
culture sensitivity was done and revealed highly resistant bacteria P. mirabilis and E. coli and
Staphylococci.

Immunosuppressants such as corticosteroids and immunomodulators such as azathio-
prine are common therapies for patients with CD. Systemic corticosteroids have been
widely used in CD remission induction. Immunomodulators are effective for remission
maintenance, but not for remission induction [9]. They have not shown to be a risk factor
for infectious complications following surgery. However, preoperative usage of CS is asso-
ciated with postoperative infectious complications [10]. The presented case has been on
multiple courses of CS which could be a cause of her development of postoperative wound
infections.

The medical management of IBD has been revolutionized by TNF inhibitors, which
include infliximab, adalimumab, golimumab, and certolizumab pegol. Anti-TNF agents inhibit
disease activity and contribute to the healing of the mucosa. In the ACCENT II trial, which
assessed infliximab as a maintenance therapy for fistulizing CD, 39% of patients in the
infliximab maintenance arm had complete closure of all drainage fistulas, compared with only
9% in the placebo arm [9]. Ustekinumab is another biologic therapy approved for the
treatment of mild to serious CD patients. It is a monoclonal antibody that blocks the common
p40 subunit of IL-12 and IL-23 [11]. Our patient stopped using infliximab because she had
increasing trash level of the drug and was on ustekinumab, and she stopped using it before
and after the surgery to improve healing because no enough data support its effect in fistula
remission. In a recent systemic review and meta-analysis of 27 controlled trials, a moderate-
quality evidence was found to support the efficacy of ustekinumab to induce fistula remission,
and more efficacy data are needed on this agent [11].
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Fistulectomy is the excision of the complete fistula tract. It makes a larger wound
compared to fistulotomy. This technique is usually used for intersphincteric or low trans-
sphincteric perianal fistulae [12]. In our case, the patient had low intersphincteric fistulae and
the surgeon decided to do fistulectomy, but the surgeon did not use Seton which can preserve
the sphincter function, maybe because he anticipated that she will have fecal incontinence
despite using Seton.

In conclusion, in CD patients who are using immunomodulating and immunosuppressant
therapy, clinicians should be aware that abscess and fistula have a fair chance to develop. In
cases in which abscess and fistula are suspected, surgery should be determined as soon as
possible, and close clinical monitoring should be performed. We recommend routine screening
for enteric fistula and culture sensitivity of any discharge prior to the initiation of any anti-
biotic. Appropriate intervention should then be undertaken.
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