LETTERS TO THE EDITOR

Meningitis in a Patient
with Previously
Undiagnosed Crohn’s
Disease

To the Editor:

Crohn’s disease (CD) is a chronic
inflammatory bowel disease with vari-
able clinical presentation. An aggressive
fistulizing pattern is possible and over
one-third of CD patients will experience
recurring fistulas during their disease
course.! Fistulization is a manifestation
of the transmural nature of this disease,?
but fistulas to the epidural space are
quite unusual.3

Herein we report a case of a male
patient who presented to the medical
emergency department with meningitis.
Physical examination revealed multiple
perianal and an abdominal fistula and
subsequent complementary studies con-
firmed the presence of CD.

A 26-year-old man was admitted
to the emergency room because of high
fever, severe headache, acute confusion,
nausea, and vomiting. On admission his
body temperature was 39°C, heart rate
120, respiratory rate 16, and blood pres-
sure 103/55 mmHg. On physical exam-
ination the patient was confused, not
oriented to person, place, or time. Kern-
ing and Brudzinski signs were present
but no Babinski or clonus. Ophthalmo-
logic examination revealed papilloe-
dema. There was no otitis, pharyngitis,
or sinusitis and heart/lung examination
was normal. Abdominal and pelvic ex-
amination revealed a large abdominal
cutaneous fistula in the lower right
quadrant and multiple perianal fistulas.
Laboratory results upon admission
showed leukocytosis (WBC of 23.2 G/L
with 92% of PMN), thrombocytosis
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(689 G/L), and increased C-RP levels
(20 mg/dL to a normal of <1 mg/dL). A
head computed tomography (CT) scan
revealed diffuse cerebral edema and
lumbar punction was not performed ini-
tially. The patient was given, empiri-
cally, intravenous meropenem, vanco-
mycin, and metronidazole. Two days
later a lumbar puncture was unsuccess-
fully tried. Since the clinical symptoms
and signs were highly suggestive of
meningitis and the patient was recover-
ing very well with antibiotic treatment
the lumbar puncture was deemed dis-
pensable. When the patient recovered he

revealed that the perianal fistulas ap-
peared 7 years ago and the abdominal
fistula in the last 6 months but he hid this
findings from his family and never
sought medical help. A certain degree of
mental impairment was obvious.

After full recovery, a colonoscopy
was performed and revealed severe in-
flammation of the rectum with a small
orifice at the posterior wall correspond-
ing, probably, to a fistulous tract. A sim-
ilar process of severe inflammation was
also present at the terminal ileum. En-
doscopic and histologic findings were
compatible with CD. Severe transmural

FIGURE 1. Thin sagittal maximume-intensity-projection (MIP) reconstruction of a 3D
FLASH sequence of the pelvis shows a posterior sinus tract collecting in a precoccygeal

abscess (arrow).
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FIGURE 2. Sagittal T1-weighted sequence of the lumbar spine reveals a hypointense
lesion at the posterior epidural space (arrow).

thickening of the ileum and a fistula
between the small bowel and the ab-
dominal wall were clearly visible at ab-
dominal CT scan. Magnetic resonance
imaging (MRI) revealed a complex peri-
anal suprasphincteric fistula with a pos-
terior direction, ending on a presacral
and precoccygeal abscess (Fig. 1) with
periradicular leptomeningeal infiltration.
MRI also revealed a second epidural
abscess at the level of L1-L2 (Fig. 2).

The patient was maintained on
therapy with ciprofloxacin and metroni-
dazole. Ileocecal resection was per-
formed with drainage and curettage of
presacral/precoccygeal abscess. A tem-
porary ileostomy was created and at the
last radiologic control both abscesses
had disappeared.
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The incidence of spinal epidural
abscess increased in the last decades.* A
significant improvement in outcomes
occurred in the last years but, even so,
there is still a 15% mortality rate and
38% of patients remain with neurologic
dysfunction.> CD is not usually men-
tioned as a predisposing factor for spinal
epidural abscess.* Only a few case re-
ports have been published and some
document an association with meningi-
tis.>¢-2 Direct fistulization from the gas-
trointestinal tract is a potential source
for infection in such cases. However,
since a responsible fistula is not identi-
fied in all cases and there is a concur-
rence of vertebral osteomyelitis in a
fairly significant number of these pa-
tients, it is possible that spinal involve-

ment may result from hematogenous
spread.? In our case, we had 2 distinct
abscesses, 1 with a definitive fistulous
communication with the affected rectum
but the other with no visible fistulous
communication to the small or the large
bowel. Therefore, the presacral and pre-
coccygeal abscess resulted from direct
fistulization, but it is reasonable to as-
sume that the abscess at the L1-L2 level
could be the result of hematogenous dis-
semination.

It seems that there is a male pre-
dominance in patients with CD compli-
cated by epidural abscess formation.
Our case confirms this finding but, until
now, no reasonable explanation was
found for this male predominance. Mag-
giore et al® speculated that this observa-
tion could be the result of underreport-
ing of all cases.

Meningitis and epidural abscesses
are very serious complications and a
prompt diagnosis is essential. Clinical
findings such as persistent headache
and/or persistent low back pain in a pa-
tient with CD are warning signs. A thor-
ough radiologic investigation by MRI
and/or CT must be promptly warranted
in such cases to exclude potential life-
threatening epidural abscesses. There-
fore, radiology is essential for diagnosis
and if meningitis is suspected a lumbar
puncture must be performed unless there
is suspicion of raised intracranial pres-
sure. In such cases a brain CT scan is
common practice. Our patient had the
“classic triad” of fever, stiff neck, and
alterations in mental status. He also had
multiple clinical signs of meningeal in-
flammation and intracranial hyperten-
sion such as Kerning’s sign, Brudzinki’s
sign, and papilloedema. The diagnosis
of meningitis was straightforward and
lumbar puncture in these circumstances
has the risk to cause brain herniation and
could be postponed or not per-
formed.'%!! We tried to perform it after
a 48-hour delay but since it was unsuc-
cessful and the patient was doing well,
another attempt was deemed not neces-
sary.

In our case there was no previous
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history of CD but only because the pa-
tient never sought medical help. Physi-
cal examination revealed some signs
frequently related to CD, and abdominal
and pelvic imaging by MRI clearly dem-
onstrated the abscesses and the fistuliza-
tion from the gastrointestinal tract. If the
external fistulas were not present, the
diagnosis would be more difficult.

Although  percutaneous  CT-
guided drainage of epidural abscesses is
feasible,!? a surgical consultation is es-
sential in the cases for which a fistuli-
zation is clearly demonstrated. In our
case the abscess at the L1-L2 level dis-
appeared only with antibiotic treatment,
but surgery was necessary to resolve the
presacral abscess. Temporary ileostomy
was created in order to help the control
of rectal and perianal fistulizing disease.
Diverting the intestinal transit was also
performed in 1 of the first reported cases
of rectalepidural fistula.®

In conclusion, this case demon-
strates that even in the 21st century there
is some reluctance to accept CD, espe-
cially in unfavored social backgrounds,
in such a way that only a rare and special
complication forced a patient to search
medical attention for the first time. On
the other side, it is important to remem-
ber that severe headaches and/or persis-
tent low back pain in patients with CD,
especially if the patient has fever, should
warrant a prompt radiologic investiga-
tion to exclude neurologic involvement
by fistulas and/or spinal epidural ab-
scesses.
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Campylobacter fetus
Meningitis in a Patient
with Crohn’s Disease

To the Editor:

Campylobacter fetus is an uncom-
mon cause of meningitis in adults. How-
ever, Gazaigne et al' have reported that
bloodstream infection with C. fetus
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should be suspected in elderly patients,
immunodeficient patients, and patients
with cardiovascular damage. Moreover,
the administration of steroids and inflix-
imab is considered to be a risk factor
that promotes bacterial infections. Here,
we report a case of Crohn’s disease
(CD) that was complicated with C. fetus
meningitis. To our knowledge, this is
the first report of meningitis caused by
C. fetus in a patient with CD.

A 40-year-old man was diagnosed
with CD in 1988 and underwent right
hemicolectomy and ileectomy in the
same year due to perforation of the il-
eum. In the subsequent 2 decades he was
treated with prednisolone (15 mg) and
mesalazine (2250 mg). In 2008 he was
admitted to another hospital because of
massive bloody stool in the absence of
any other abdominal symptoms. To treat
the bloody stool the patient was medi-
cated with infliximab. His bloody stool
disappeared gradually but then reap-
peared 4 weeks later. Since the patient
was in hypovolemic shock and required
a blood transfusion, he was referred to
our hospital. Initial blood tests per-
formed upon admission revealed white
blood cell counts of 14,800/mm?>, red
blood cell counts of 1.89 X 10%/mm?>,
hemoglobin levels of 4.8 g/dL, and C-
reactive protein levels of 1.0 mg/dL. Af-
ter conservative therapy the patient’s
condition improved promptly. However,
on admission, the patient also had a high
fever and a severe headache without
neck stiffness. Although antibiotic ther-
apy consisting of 6 g/day piperacillin
was started, these symptoms did not im-
prove. A lumbar puncture showed that
the cerebrospinal fluid (CSF) had a cell
count of 344/3 mm® with mononuclear
and polynuclear pleocytosis, total pro-
tein of 33 mg/dL, and glucose of 68
mg/dL. C. fetus was isolated from the
CSF, blood, and stool after culture. Con-
sequently, 1 g/day erythromycin was ad-
ministered. The patient’s symptoms then
improved promptly.

Three separate species of Campy-
lobacter have been identified, namely,
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