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Abstract

The tuberculosis is a public health issue. The ano -perianal localization is very rare,
representing less than 0.7% of the digestive localizations. Basing on personal observation
and literature review, we cite the diagnostic difficulties and the epidemic clinical,
therapeutic and evolutive particularities of this rare entity. A 34year-old-women was
admitted for the exploration of chronic suppuration of the perianal and gluteal region which
has been in progress since 10years. Many investigations were made and we retained the
diagnosis of ano-perianal tuberculosis localization after detecting the presence of Koch
bacillus on Lowenstein Jensen culture of biopsies and stools. The patient was treated
with Quadratherapy. Our observation illustrates the difficulties in diagnosing ano-perineal
tuberculosis with chronic anal suppuration causing a delayed diagnosis and therapeutic
management.
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Introduction

The tuberculosis is a public health issue and a granulomatous
disease caused by Mycobacterium tuberculosis. The extra pulmonary
dissemination represents less than 15% of the total cases of
tuberculosis.!? while the intestinal dissemination represents only less
than 1%.%* The ano-perianal localization is very rare, representing less

sensitive to the usual anti-tuberculosis drugs. The patient was treated
with Quadratherapy (rifampycin-isoniazid-ethambutol-pyrazinamide)
for 2months followed by 4 months of dual therapy (Rifampycin
isoniazid). The outcome was favorable with drying of the fistulas and
disappearance of the inflammatory syndrome as early as 30day of
treatment (Figure 2) without recurrence after discontinuation of the

than 0.7% of the digestive localizations.* ¢ and can take different forms
having the ability to mime other pathologies. It can be associated
with an abdominal tuberculosis either through the extension from an
adjacent organ or the lymphatic canal. Basing on personal observation
and literature review, we cite the diagnostic difficulties and the
epidemic clinical, therapeutic and evolutive particularities of this rare
entity.

Observation

A patient, aged of 43 years old, without any particular previous
pathologies, was admitted for the exploration of chronic suppuration of
the perianal and gluteal region which has been in progress since 10years
without any troubles of transit or signs of tuberculosis impregnations.
The patient was operated, one year ago, for anal abscess. But she
had noted a quick recidivism of the suppuration and a multiplication
of the external orifices of the fistulas. The examination of the anal
margin had revealed 4 productive orifices surrounded by a sclerotic
and carded skin. The hemoglobin level was 9g per dl (microcytic
hypochromic anemia) and there was an inflammatory syndrome. The
serology HIV was negative. Rectoscopy revealed two internal orifices
of the fistula. The ileocoloscopy was normal. The thoraco-abdominal
scanner was normal. The pelvic MRI revealed extra-sphincterial
multiple anal fistulas (Figure 1). Tuberculin intradermal reaction was
positive at 15mm. The anatomopathological examination of the skin
biopsies of the gluteal region had lead to a granulomatous dermatitis
of the anal region without caseous necrosis. The direct bacteriological
examination as well as the BK PCR of these biopsies was negative.
One month after these samples were taken, Lowenstein Jensen culture
of these biopsies and stools showed the presence of BK, which is

treatment with a current follow-up of 4,5years.

Figure 2 Drying of the fistulas after 30 days of treatment.
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Discussion

Our observation illustrates the difficulties in diagnosing ano-
perineal tuberculosis with chronic anal suppuration causing a
delayed diagnosis and therapeutic management. Actually, it was only
after 10years of evolution and the failure of a surgical cure that the
diagnosis of tuberculosis was suspected in our patient. Three factors
cause these difficulties:

a. the scarcity of isolated anoperineal tuberculosis,

b. the low sensitivity of diagnostic tests destined to confirm
anoperineal tuberculosis,

c. and the presence of multiple other diseases that can cause chronic
anal suppuration and pose problems of differential diagnosis
with anoperineal tuberculosis.

The frequency of isolated ano-perineal tuberculosis is very rare,
representing less than 0.7% of digestive tracts, which constitute only
1% of extra-pulmonary tuberculosis.>* Ano-perineal tuberculosis is
more common in men than in women (sex ratio 4/1). It is diagnosed
generally in the fourth decade as the case of our patient. The
contamination of the ano-perineal region can be done via the digestive
tract (direct ingestion of pulmonary secretions infected with the Koch
bacillus or contaminated food), through the blood circulation with a
pulmonary starting point, trough the lymphatic canals from the lymph
nodes Infected or by contiguity from the adjacent affected organs.>"$

Despite the variability of diagnostic tests, the diagnosis of
tuberculosis remains a challenge for the clinician. Tuberculin
intradermal reaction is not very specific.’ It is generally positive in
70% of cases but may be negative in cases of immunosuppression,
malnutrition or in the case of associated anergizing disease such as
sarcoidosis.!®!! Tests for the production of Interferony by T lymphocytes
sensitized to Mycobacterium hominis, in particular Quantiféron®
and Elispot-TB®, are incompletely sensitive and very specific to the
presence of Mycobacterium hominis living in the organism,' but do
not allow the distinction between latent and evolutionary tuberculosis.
When the result of the test is said to be indeterminate, it means that
the T lymphocytes of the patient are unable (in number or function) to
produce interferon in the presence of control mitogens. In this case, the
test does not contribute to the diagnosis of tuberculosis either way.'
Koch bacillus’s research in sputum, chest X-ray and thoracic CT scan
are routinely performed in search of a possible pulmonary outbreak,
but pulmonary involvement is found in less than 50% of patients with
perineal tuberculosis.” The formal diagnosis is based on histological
or bacteriological arguments. The typical histological lesion is the
association of an epithelioid and giganto-cellular granuloma with
caseous necrosis.'? The identification of the Koch bacillus is carried
out either by direct examination after Zichl-Neelsen staining.'> or after
culture which constitutes a reference method with a sensitivity of 60 to
90% and a specificity of 100% allowing the diagnosis and conducting
an antibiogram. It can be done in solid media called « Lowenstein
Jensen’ media” that require 3 to 6weeks incubation period or in liquid
medium having as advantage a quick result in 2 to 8days but at the
price of a higher risk of contamination.'>'®!7 This technique allowed
us to make the diagnosis in our patient. The diagnosis can also be
carried out by molecular biology which allows the identification of
mycobacteria of the tuberculosis complex via the determination of
the biochemical or cultural characteristics.'" In particular, the gene
amplification technique (PCR), which detects and amplifies a specific
nucleic sequence of the M. tuberculosis complex has a high specificity
but does not allow the distinction between dead BK and living BK,
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does not provide information on the degree of Contagion and does not
recognize certain existing mutations.'> The GeneXpert MTB / RIF,
automated real-time PCR, detects the presence of mycobacterium
tuberculosis with a rapid result and a high specificity and allows the
diagnosis of extra pulmonary tuberculosis especially through biopsies
(sensitivity 77.3%, specificity 98.2%).'>1* Yet, our patient’s test was
negative.

The diagnosis of isolated perineal tuberculosis is difficult not only
because of its rarity or the low sensitivity of the tests for diagnostic
purposes, but also because of the presence of other differential
diagnoses, which are sometimes difficult to eliminate. Crohn’s disease,
in particular, constitutes a major differential diagnosis, the distinction
of which with perineal tuberculosis constitutes a real challenge for the
clinician.! Indeed, these two pathologies have common points as well
on the clinical, morphological and histological level. In 1/3 to 1/2 of
cases, anoperineal lesions inaugurate Crohn’s disease." In particular,
ano-perineal involvement can be isolated during Crohn’s disease and
include giganto-cellular granulomas on the histological examination
of biopsies but without caseous necrosis. For this reason, we could
not initially rule out the diagnosis of Crohn’s disease in our patient
despite the presence of granulomatous dermatitis in the skin biopsies
of the gluteal region. In these difficult situations, histological features
of the granulomas can be helpful. Indeed, tuberculous granulomas
are typically larger than those of MC, sit mainly under ulcerations
and are readily confluent and absent in non-inflammatory mucosa. In
addition, indirect arguments from the context could tip the balance
towards the diagnosis of tuberculosis, such as the presence of endemic
areas, familial or occupational contagion, Tubertest® (Sunits) positive
(Induration> 4mm) without a history of BCG vaccine or very positive
(>9mm) at a distance (>10years) of a BCG vaccine (found in our
patient) or a positive Quantiferon.'*!® Other diseases may also induce
chronic anoperineal lesions, such as Verneuil’s disease, which is a
chronic inflammatory and suppurative disease developing on skin
territories with apocrine sweat glands. During this disease, the ano-
perineal localization, representing 20% of the cases, is more frequent
in the man than in the woman. It is characterized by the appearance
of a nodule that evolves towards suppuration and the formation of
abscesses that can break up, giving way to productive fistulous
orifices.’** In addition to Verneuil’s disease, some infections may
lead to suppurative anoperineal lesions such as lymphogranuloma
venereum or Nicolas Favre’s disease, syphilis and amoebiasis.’
Venereal lymphogranuloma, due to Chlamydia Trachomatis, may be
the cause of condylomata, ulcerations and oozing fistulous pathways.
Its diagnosis is based on the search for Chlamydia Trachomatis DNA
by PCR after swabbing.?! Syphilis from Treponema pallidum is
manifested in its primary phase by lateralized ulcerations associated
with inguinal unilateral lymphadenopathy, but some atypical forms
may be the cause of chronic anal fissures, oozing raghades or multiple
ulcerations. The diagnosis is carried out by demonstrating the agent
responsible under a dark-field microscope after sampling at lesions
or by TPHA-VDRL serology.?'*> Perianal amoebiasis, occurring in
male homosexuals after oro-anal intercourse, is manifested by anal
ulcerations of painful variable sizes with an indurated base, in which
an amoebic rectitium facilitates diagnosis in the classical forms.”
Tumor proliferation also constitutes a differential diagnosis which
must be eliminated in principle by a good histopathological analysis.
Indeed, adenocarcinoma of the anal margin may occur on a chronic
anorectal fistula.** As for pulmonary localization, the treatment of
anoperineal tuberculosis is based on anti-tuberculosis drugs for a
period of six months. The evolution is generally favorable as it is
the case for our patient.>? Surgery in the case of fistulac may be
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recommended in combination with medical treatment in order to get
good drainage of infected lesions. A second surgical time is discussed
after well-conducted anti-tuberculosis treatment, depending on the
height and number of fistulous pathways.?” Surgery was not necessary
for our patient.

Conclusion

To conclude, we report a rare case of isolated anoperineal
tuberculosis revealed by chronic suppuration of the anoperineal region.
It illustrates the difficulties of positive and differential diagnosis and
specifies the principles of the management of this rare entity.
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