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1 | INTRODUCTION

Inflammatory bowel disease (IBD) is a chronic inflam-
matory disorder that affects the gastrointestinal tract and
contains both Crohn's disease (CD) and ulcerative colitis
(UC). Any region of the gastrointestinal tract, from the
mouth to the anus, can be affected by CD, and perianal ill-
ness is frequently present. Perianal Crohn's disease (PCD)
is defined as inflammation at or close to the anus, includ-
ing tags, fissures, fistulae, abscesses, or stenosis. The esti-
mated occurrence rate of PCD in the pediatric population
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Inflammatory bowel disease is rare in infants and it includes perianal Crohn's
disease, which is inflammation at or near the anus. An early diagnosis is essential
to prevent the complications that may affect the development and growth of the
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diagnosed with CD ranges from 13.6% to 62%." It is consid-
ered to develop as a result of an abnormal immune reaction
triggered by several environmental factors in genetically
susceptible individuals.? In extensive cohort studies, the
male gender and initial corticosteroid therapy have been
linked to a higher likelihood of developing perianal dis-
ease following a diagnosis of CD, whereas in alternative
studies, the female gender has been associated with non-
fistulizing perianal involvement.’ The main symptoms of
CD are typically abdominal pain and cramping, frequent
diarrhea, fever, and weight loss. Occasionally, patients
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with colonic involvement may also experience fatigue, an-
orexia, rectal bleeding, or bloody diarrhea.* External and
rectal examinations followed by endoscopy, pelvic mag-
netic resonance imaging (MRI), and surgical evaluation
are particularly helpful for diagnosis. Pelvic MRI is the
gold standard for the assessment of perianal fistulas and
abscesses. Numerous PCD problems that negatively affect
the quality of life include recurrent perianal infections,
chronic fistulae, fecal incontinence, and rectal strictures
that may necessitate fecal diversion.’ The management is
complex, with a combination of aggressive medical man-
agement with antibiotics and biological agents and the
frequent need for minor surgical procedures. Early use
of biologic drugs may stop or postpone the development
of fistulizing PCD.> We report a 1-year-old infant who
presented with melena diarrhea and bilateral perianal
abscesses.

2 | CASE HISTORY/
EXAMINATION

A 1-year-old infant was admitted to our Department of
Pediatrics for the study of their condition and treatment
after developing melena 3-4 times per day 3days ago.
Upon admission to our hospital, his body weight was
7500g (50th percentile), his height was 75cm (below
10th percentile), and his head circumference was 43cm
(below 10th percentile), indicating weight loss (Figure 1).
The pregnancy and delivery were unremarkable, as was
the family history. Clinical findings: the patient was in
a reduced general status, dehydrated (skin fold +), pale

FIGURE 1 Severe degree of atrophy of muscles and
subcutaneous fat in a malnourished infant with marasmus.

with dry skin, rash on arms and legs, periorbital pitting
edema, mouth ulcers, severe diaper dermatitis (Figure 2),
and perianal lesions were noticed. Physical examination
of the anal area revealed tender bilateral abscesses with
pus-like discharge (Figure 3). Abdominal examination
revealed no tenderness or organomegaly. In the history,
the patient had been experiencing prolonged intermit-
tent fever, yellow watery diarrhea 6-7 times per day, and
reduced general status for the last 27 days. Birth weight:
4600 grams; at the age of 10months: 8500g. The patient
received symptomatic treatment at the first prescription:
intravenous fluids and antibiotics. The patient was rehos-
pitalized for the second time with worsening symptoms.
Laboratory evaluation demonstrated increased inflamma-
tory biomarkers: white blood cell count (WBC) of 9300 per

FIGURE 2 Diaper dermatitis with diffuse erythema and large,
eroded areas.

FIGURE 3 Bilateral anal abscesses with pus-like discharge.
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microliter, C-reactive protein (CRP) of 52mg/L, hemo-
globin (Hb) level of 6.5g/dL, and ferritin 3.2mg/L. The
serum albumin level was reduced to 2g/dL, and creatine
phosphokinase was 16units/L. Further evaluation sug-
gested coagulopathy. Platelet count: 196000; prothrombin
time: 69%; partial thromboplastin time: 18 sec. After 4 days
of antibiotic coverage and blood transfusions, laboratory
test results were: (Table 1).

The patient was discharged without any improvement
in symptomatology.

3 | DIFFERENTIAL DIAGNOSIS,
INVESTIGATIONS, AND
TREATMENT

Therefore, upon admission to the children's hospital, we
suspected very early-onset IBD (VEO-IBD) presenting
with perianal abscesses, where active ulcers may result in
coagulopathy. Laboratory tests performed on the day of
admission demonstrated: (Table 1).

Urine, stool, and blood samples were taken for cul-
ture. The Natconcentration was 132mmol/L, so it was
corrected. Vital signs were monitored at the unit (fever
and bloody stool), and based on laboratory evaluation, the
patient received symptomatic treatment: exclusive enteral
nutrition providing 100% of caloric needs through liquid
formula, IV fluids, and omeprazole at a dose of 2mg/kg.
Broad-spectrum antibiotics were administered: cefotax-
ime, vancomycin, and metronidazole. Diaper dermatitis
was treated with zinc cream. Further evaluations were
conducted the next day: (Table 1).

Vitamin supplements (konakion, zinc) were given
along with a whole blood transfusion, platelets, and al-
bumin. Stool examination revealed the presence of white
blood cells (++++), red blood cells (++), and fungi, which
were treated with fluconazole. Urine culture indicated an
inflammatory situation, and blood culture revealed sepsis
with gram-negative bacilli sensitive to tazobactam. Fecal
calprotectin levels were found to be 957 mg/kg. Abdominal
ultrasound showed no abnormalities; however, rectal ul-
trasound revealed cutaneous edema and unclear fluid in
the abscess area. Colorectal endoscopy managed to reach
35cm before stopping due to bleeding and revealed multi-
ple ulcerations and anal fissures (Figure 4). Biopsies were
taken, and pathological findings confirmed the diagnosis
of early-onset CD. Treatment was initiated with corticoste-
roids (1 mg/kg) and azathioprine (1-2mg/kg) in a timely
manner. Sulfasalazine at a dose of 35mg/kg divided into
three doses per day plus folic acid were also prescribed.
The patient was discharged with a recommendation for
follow-up after 3months.

FIGURE 4 Colorectal endoscopy shows ulcerations and
fissures, which indicate Crohn's disease.

4 | DISCUSSION

Crohn's disease is a form of IBD that leads to tissue dam-
age and fibrosis in the gastrointestinal tract.® Very early-
onset IBD, affecting children under six, can stem from a
single gene mutation. Immunodeficiency patients are
at higher risk for IBD. The development of VEO-IBD
may be affected by genetic and environmental factors.’
Inheritance could play a role, especially if the child's par-
ents are third-degree relatives.

In most countries, the incidence and prevalence of
pediatric-onset IBD are still increasing. The countries
with the highest incidence and prevalence of VEO-IBD are
those with historically high rates of IBD (Western coun-
tries). The most current statistics show that it has started
to appear in areas where it has not been previously docu-
mented. The incidence of VEO-IBD per 100,000 person-
years was 0.2-1.4 in Asia, 0.4-3.3 in Europe, and 0.5-3.6
in Canada.® While IBD is less widespread in developing
nations, when countries become more developed, the inci-
dence of IBD rises. The incidence of IBD in the children of
immigrants from developing nations to Western nations is
comparable to that of Western populations.’ CD can occur
at any age.

Both males and females are equally affected, with
IBD commonly seen in adolescents and young adults.
Approximately 25% of patients with IBD present before
the age of 20. Among children with IBD, 4% were present
before age Syears and 18% before age 10years, with the
peak onset in adolescence.'® Factors like cesarean deliv-
ery, lack of breast milk, high dietary fat intake; and early
antibiotic use may increase the risk of IBD.” Compared
to healthy people, children with IBD have greater rates
of anxiety and depression disorders. Additionally, colon
cancer risk is higher in people with UC and CD who af-
fect the colon.* Typically, the primary symptoms are
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gastrointestinal symptoms such as abdominal pain, recur-
rent diarrhea, fever, and weight loss.*

Patients with CD may experience extraintestinal
manifestations like oral ulcers, eczema, folliculitis, and
arthritis, with an increased risk of developing B-cell lym-
phoma.® In our case, the patient was admitted with melena
diarrhea 6-7 times per day and a prolonged intermittent
fever for the last month, and was hospitalized for acute
enterocolitis. Diagnosis can be difficult due to nonspecific
gastrointestinal symptoms. Complications of ongoing in-
flammation may include intestinal fibrostenosis, fistulas,
perianal fistulas, and/or abscesses.'!

Approximately 10% of pediatric patients newly di-
agnosed with CD may have perianal fistulas and/or ab-
scesses.’” A good history should be taken, and perianal
lesions are less often brought to attention. Our patient pre-
sented with perianal abscesses 27 days after onset, exhibit-
ing signs of dehydration, pale dry skin, periorbital pitting
edema, mouth ulcers, and severe diaper rash. Physical
examination revealed tender bilateral perianal abscesses
with pus-like discharge. The Diagnostic workup included
external and rectal exams, pelvic MRI, endoscopy, and as-
sessment under anesthesia.’ Upper and lower gastrointes-
tinal endoscopies, along with perianal ultrasounds, were
conducted in this case.

Current treatment options for PCD include sur-
gery, antibiotics, immunomodulators, and biologics."
Corticosteroids should be used cautiously for perianal fis-
tulasin CD due to potential negative outcomes." Antibiotics
like metronidazole and ciprofloxacin are first-line ther-
apy for perianal abscesses.” Immunomodulators such as
6-mercaptopurine or azathioprine have demonstrated
improvement in fistula closure in children with PCD."
Anti-TNF medications like infliximab, adalimumab, or
certolizumab, along with seton placement and curettage
of fistula tracks under anesthesia, result in perineal fis-
tula healing in approximately 50% of cases. New biological
agents like vedolizumab (VZD) and ustekinumab (UST)
are considered second-line treatments for patients with
perianal fistulas.

Several mesenchymal stem cell (MSC)-based therapeu-
tic strategies have shown promise for PCD."* Seton proce-
dures are often used for complex perianal fistulas. Fecal
diversion with an ileostomy or colostomy may be an option
for patients with severe, complex perianal illnesses. CD
cannot be fully cured. Our patient received symptomatic
treatment: EEN, IV fluids, omeprazole, and a broad spec-
trum of antibiotics: cefotaxime, vancomycin, and metroni-
dazole. Diaper dermatitis was cured by zinc cream. When
the diagnosis was made, we initiated treatment with cor-
ticosteroids, azathioprine, sulfasalazine, and folic acid.
The patient was discharged with the recommendation to

come back for follow-up after 3months. Patients should
have their growth and weight charts displayed for visual
inspection, and they should all undergo screening labora-
tory tests (complete blood cell counts, albumin, CRP, and
sedimentation rate)."

After 8-10years of disease progression, surveillance
colonoscopies every 1-2years are advised by guidelines
from the United States, the United Kingdom, and the
European Crohn's and Colitis Organization (ECCO). Early
and frequent monitoring should be considered for high-
risk patients. For pediatric patients who had surgery, ile-
ocolonoscopy should be considered 6-9 months after the
procedure.” The prevalence and incidence of pediatric
IBD are rising worldwide and vary depending on regions,
especially in the juvenile population. However, there is a
certain lack of data in developing nations, which should
be the focus of future studies.® Pediatric IBD should be
recognized as a primary health concern to address its sig-
nificant impact,9 (Table 2).

In conclusion, the CD should be expected in infants
with perianal lesions, regardless of age. We report a case
of PCD in an infant after a history of DIC. What character-
izes the case is the early onset of symptoms and the rapid
progression of the disease despite its young age. A diagno-
sis should be made in time to obtain treatment and avoid
complications.
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