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Abstract

Background: Tuberculosis is a granulomatous infectious disease which is still
being a real health problem in developing countries. Mainly, this specific in-
fection affects pulmonary sites, but, the occurrence in extra-pulmonary sites
is more and more reported. However, when extra-pulmonary tuberculosis af-
fects the cervico-facial region, the cervical lymph nodes are the most involved.
Aim: Throughout this case report, we put emphasis on keeping in mind of
the possible tuberculous infection in a chronic lesion of mandible in children.
Case presentation: In this article, we present a case of a 2-year-old child who
was complaining of swelling of the right angle of the mandible. The computed
tomography showed an osteolytic lesion suggesting tuberculous osteomyelitis
but didn’t rule out a bony malignant neoplasm of the mandible. The histo-
logical examination of biopsy of the lesion proved the tuberculous osteomye-
litis of the mandible. The child has received anti-tubercular therapy for 9 months,
and she marked a good recovery. Conclusion: In children, tuberculous os-
teomyelitis of the mandible is a curable disease without sequel when diagnosis
is given at the right time.
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1. Introduction

The tuberculosis is a worldwide infectious disease that is still being a serious

health problem, especially in the developing countries. Even though tuberculosis

is a preventable and curable disease, it continues to impact the lives and devel-
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opment of millions of children and adolescents [1]. In 2019, 2081 pediatric cases
of tuberculosis were recorded in Morocco, and in contrast, extrapulmonary tu-
berculosis was more notified (81% of these cases): lymph nodes sites were more
frequent (45% of cases) among this population under 15-year-old [2]. However,
the tuberculous osteomyelitis is a very rare entity occurring most commonly in
vertebras and long bones, and the occurrence in the mandible is exceptional [3].
Mandible involvement usually affects older individuals, and in pediatric popula-
tion, the spread of infection may be through a mucosal opening associated with
an erupting tooth or by regional extractions of soft tissue lesions to underlying
bone or hematogenous spread [4]. In this paper, we present a case of tuberculous

osteomyelitis of the mandible occurring in a 2-year-old child.

2. Case Report

A 2-year-old girl child, suffering from anemia and without contact history of
tuberculosis, presented to our department with swelling adjacent to the right an-
gle of mandible, progressively growing during two months, without recovery af-
ter a period with antibiotics drugs. Physical examination found feverish girl, with a
unilateral swelling over the right angle of mandible, extending up to the sub-
mandibular region. This swelling was painful, hard in consistency, fixed to the
underlying structures with blurred limits, the overlying skin was normal and with-
out inflammatory signs, measuring 4 cm and causing a facial asymmetry (Figure
1). The intraoral examination showed also a swelling in the right inner cheek
and the retromolar trigone without purulent discharge or ulcerated lesion. There
was no trismus and the teeth were in good condition (Figure 2). The orifice of
the Stenon canal was normal. We didn’t notice any cervical lymphadenopathy.
Hematological and biochemical investigations revealed a biological infectious
syndrome (Table 1):

An ultrasound neck features showed the presence of an adenophlegmona of
submandibular region measuring 36 x 23 mm with infiltration of the surround-
ing fatty tissues. Then, the patient was started on intravenous antibiotics using
Ceftriaxone 50 mg/kg/day, Metronidazole 15 mg/kg/8hours and Gentamicin 3
mg/kg/day for one week, consequently, the biological infectious syndrome has
improved steadily, however, the swelling was persistent.

A computed tomography of the neck and face was carried out with contrast-
enhancing: In the bone window (Figure 3), it revealed an osteolytic lesion in-
volving the right angle of mandible with extension into the adjacent ramus and
inferior border of body of mandible with bony fragmentation. In the soft tissue
window (Figure 4), there was associated a multilocular abscess and infiltration
of surrounding soft tissue with microcalcifications. Right submandibular lymph
nodes were also present. Findings were suggestive of tuberculous osteomyelitis,
but a malignant bone neoplasm was not excluded.

The patient underwent an intraoral incision and drainage of the abscess as
well as a bony biopsy to obtain specimen of the suspected lesion. The histopa-

thological examination revealed caseating necrosis with the presence of Langer-
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hans giant cells and epitheloid cell granulomas (Figure 5). Then, the diagnosis of
tuberculous osteomyelitis of the mandible was confirmed, based on clinical and
histopathological findings. The chest radiograph showed no evidence of pulmo-

nary tuberculosis (Figure 6).

Table 1. Results of hematological and biochemical investigations.

Biological investigations Results
Hemoglobin level 8.50 g/dL
Total leukocyte counts 28.6 x 10° cells/mm?
Neutrophils 19.9 x 10° cells/mm?
Lymphocytes 6.09 x 10° cells/mm?
C-reactive protein 139 mg/L

Figure 1. Clinical view showing a swelling
over the right angle of mandible.

Figure 2. Intraoral examination showing a
swelling in the right inner cheek.
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Figure 3. CT scan imaging revealing an osteolytic lesion of the right
angle of mandible with cortical expansion (bone window).

Figure 4. CT scan imaging revealing a multilocular abscess and in-
filtration of surrounding soft tissue (soft tissue window).
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Figure 5. Histopathological examination showing the presence of
Langerhans giant cells (G) and epitheloid cells (E) granulomas.
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Figure 6. Chest radiograph showing no evidence
of pulmonary tuberculosis.

The patient was started on antitubercular therapy: Rifampicin 15 mg/kg, Iso-
niazid 10 mg/kg, Pyrazinamide 35 mg/kg during the two first months (Initial
Phase) followed by seven months using Rifampicin and Isoniazid (Continuation
Phase), associated with a good nutritious diet and strict oral hygiene care during
9 months. A regular follow-up, taking into account the side effects associated
with antituberculosis drugs, regular tests of the hepatic enzymes and kidney func-
tion were performed during the treatment course. With the ongoing treatment, the
swelling subsided gradually in size with time, and complete resolution of the le-

sion was obtained after 3 years of follow-up.

3. Discussion

In children and teenagers, tuberculosis is one of the biggest causes of morbidity
and mortality over the world. Then, the tuberculosis incidence among this pop-
ulation is a sensible indicator reflecting the control level of this disease in a coun-
try. In Morocco, pediatric cases of tuberculosis presented 7% of all cases in 2019
(versus 17% in 1980), though, osteoarticular tuberculosis presented 1% of all sites
[2]. Tuberculosis occurrence in mandible is very rare and is seen in less than 2%
of all skeletal locations [5] [6]. The propagation of tuberculosis infection to the
mandibular bone is mainly happened via a hematogenous route, spread from
neighboring tissue, mucosal lesion during teeth eruption or by direct inoculation
through dental extraction [7].

Clinical presentations of tuberculous involvement of mandibular bone may be
various from periodontitis, apical osteitis to widespread destructive lesions. Se-
questrations may be present, and pathological fracture of mandible is also re-
ported [8] [9]. Sheikh ef al. reported a case that presented a sudden onset of dull
pain at the temporomandibular joint associated with reduced mouth opening
[10]. The most-reported presentation is a progressive swelling of the cheek adja-
cent to the mandible [3] [4] [6].
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Radiologically, the findings are no specific to tuberculous osteomyelitis: ero-
sion of cortical bone is gradually replaced by a sub-periosteal abscess responsible
of the painful swelling [11]. However, they may lead to suspect this specific in-
fection and to confirm the diagnosis by other investigations.

Chaudhary et al. reported that Fine needle aspiration cytology (FNAC) can be
helpful to make diagnosis; it demonstrates a granulomatous area with numerous
giant and epitheloid cells surrounded by lymphocytes and plasma cells [4]. His-
tological examination is mandatory to confirm the diagnosis by showing a ca-
seating or non-caseating granuloma with scattered Langerhans giant cells and
epitheloid cells [3] [10].

In our case, radiological findings suggested a tuberculous osteomyelitis of the
mandible, however, malignant bone neoplasm like Ewing’s sarcoma or an osteo-
genic sarcoma were not excluded, because all of these lesions may present the
same image features (osteolytic lesion and cortical erosion) [12]. Consequently,
incisional biopsy was obligatory to make the right diagnosis.

According to our national guide of antitubercular therapy in children [2], the
osteoarticular tuberculosis is treated by the following association: during the ini-
tial phase, we use Rifampicin 15 mg/kg, Isoniazid 10 mn/kg, Pyrazinamide 35
mg/kg, Ethambutol 20 mg/kg, and during the continuation phase, we use Iso-
niazid and Rifampicin. Apart from resistance of Mycobacterium, recovery is the

rule after an antitubercular therapy well established.

4. Conclusion

Tuberculous osteomyelitis of the mandible is a rare disease in children, but we
have to keep it in mind when the lesion of the mandible is chronic and doesn’t
recover after empiric antimicrobial therapy. Then, a histological examination is
mandatory to make the right diagnosis and rule out other granulomatous or ma-
lignant lesions. The antitubercular therapy must be begun as soon as possible to

reduce the disease morbidity.
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