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CASE REPORT
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Unusual presentation of oral actinomycosis
in the tongue: case report

Apresentacdo incomum de actinomicose em lingua: relato de caso

Ondina Karla M. S. Rocha’; Gléria Maria de Franca®; Patricia T. Oliveira’; Janaina L. M. Santos’; Mdrcia Cristina C. Miguel’; Ericka Janine D. Silveira!

1. Universidade Federal do Rio Grande do Norte (UFRN), Rio Grande do Norte, Brazil. 2. Faculdade Sao Leopoldo Mandic (SLMANDIC), Sao Paulo, Brazil.

ABSTRACT

Actinomycosis is a rare infection caused by bacteria of Actinonyces genus that can affect both soft and bone tissues; it may be associated
with trauma or previous infections. This paper aims to report a clinical case of actinomycosis on the lateral border of the tongue originating
from a previous trauma with the use of sclerosing substance for treatment of vascular malformation. The patient underwent debridement
of necrotic tissue in the region, and the material was sent for histopathological analysis, which confirmed the diagnosis of actinomycosis.

After two vears of follow-up, no recurrence was detected.
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INTRODUCTION

Actinomycosis is an infection caused by Gram-positive bacteria
of the Actinomyces genus. They are commensal microorganisms
common in oral, pharyngeal and gastrointestinal microbiota.
The sites colonized by these bacteria can be pathways to infection
in soft and/or bone tissues, associated with trauma or previous
infection.

The head and neck region accounts for approximately 55% of
actinomycosis cases; the mandible is the most common location.
This infection is characterized by sulfur granules and suppurative
granulomatous inflammation, with the presence of abscess and
fistula. The clinical presentation may be either acute or chronic.
The acute infection occurs less frequently and may exhibit a
floating swelling, pain and fever. On the other hand, the chronic
infection is more common and may evince slow progressive
volume increase, with or without symptoms, slight temperature
elevation and development over a long period of time®.

Predisposing factors are local and systemic. Poor oral hygiene,
traumas, surgical procedures, diabetes, and immunosuppression
can influence the development of actinomycosis. Clinical
diagnosis is often troublesome, as this condition can mimic fungal
infections and malignant tumors. For this reason, the aim of our

work is to report an uncommon clinical case of Actinomyces
infection in the tongue after use of a sclerosing substance for the
treatment of vascular malformation, as well as to discuss aspects
related to dental practice.

CASE REPORT

A44-year-old female sought treatment for a tongue lesion that had
enlarged over two months. The patient was immunocompetent, and
her medical history was noncontributory. Extraoral examination
and head and neck lymph nodes were within normal limits. Intraoral
evaluation revealed a 0.7-cm purplish vesicobullous lesion, soft in
consistency, situated on the lateral border of the tongue (Figure 1A).
After diascopy, a clinical diagnosis of vascular malformation was made.
Thus, sclerotherapy with a 1.2 ml solution of monoethanolamine
oleate injection 5% (Ethamolin®) was administered around the
lesion. After seven days, intraoral exam showed an increased volume
of ligneous consistency associated with extensive tissue necrosis and
purulent secretion (Figure 1B) in the area previously injected with
Ethamolin®. Debridement of the region was performed (Figure 1C),
and the histopathological examination revealed granulation tissue
with the multiple sulfur granules characteristic of actinomycosis
(Figures 2A and 2B). After 21 days, there was complete regression
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of the lesion (Figure 1D). A chest radiograph was taken, which did
not show changes: the infection was restricted to the oral mucosa.
On account of the clinical findings (after sclerosing therapy in
the vascular lesion) and the histopathological findings (after
lesion debridement), the diagnosis of actinomycosis secondary to
Ethamolin®-induced trauma was confirmed. After a two-year follow-
up, relapse was not observed (Figure 3).

FIGURE 3 — Clinical follow-up of the patient afier two years of treatment: aspect of the
lateral border of tongue, intact, without presence of lesion relapse

DISCUSSION

Actinomycosis most often involves the region of head and neck,
and is rare in the oral cavity. Although Actinomyces is naturally
present in the oral microbiota, it seldom becomes pathogenic. This
disease affects essentially soft tissue and can develop in situations
of tissue injury and poor oral hygiene. The case reported here is

FIGURE 1 — Clinical features of the intraoral aspect of the lesion

A) vascular lesion on the right lateral border of the tongue; B) swelling exhibiting
significant necrosis associated with purulent discharge seven days after injection of
Ethamolin®; C) clinical aspect affer debridement of the infected area; D) complele
regression of the lesion 21 days after sclerotherapy.

FIGURE 2 — Histopathological features

A) photomicrograph demonstrating granulation tissue with multiple sulfur granules
(HE, 100x); B) morphology detail of round eosinophilic structures with projection of thin

basophilic radiating filaments, compatible with sulfur granules (HE, 400x).

HE: hematoxylin and eosin.
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unusual and occurred on the lateral border of the tongue after a
trauma induced by injection of a sclerosing agent to treat vascular
malformation®3?. Including the current case, only 19 cases have
been reported in the literature so far, based on searches in PubMed
and Medline databases, about lesions caused by this bacterium in
the tongue, what accounts for less than 3%, in comparison with
other sites®.

The tongue has some histological and physiological features
that make it quite resistant to infection, such as the keratinized
epithelial lining, the vascular-rich parenchyma, the great mobility
and the mechanic cleansing by saliva®.

Our case happened on the lateral border of the tongue after use
of a sclerosing agent for treatment of a vascular malformation, what
may have favored the entry of opportunistic microorganisms, such
as the Actinomyces. The dose of Ethamolin® usually recommended
for cases of vascular malformation is 0.1 ml/cm of lesion according
to its largest dimension. Hence, the dose may have been too high for
the lesion, and a triggering factor for the infection.

Patients predisposed to develop actinomycosis are generally
immunosuppressed, diabetic, those on long-term corticosteroid
therapy or in the habits of drinking and smoking™? *. Our
patient, in her turn, was immunocompetent, and her clinical
history was not contributory, resembling some reports found in
the literature®®.
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Clinically, she presented with the acute form of the disease,
as also reported by Figueiredo et al. (2012)®. Although the
characteristics of pain and increased temperature were not present
in our case, the patient displayed an acute stage, seen that there
was swelling associated with a large area of necrosis and purulent
discharge just seven days after the first injection.

Pathogens may enter the respiratory tract by inhalation
and cause thoracic actinomycosis, mainly involving lungs and
mediastinum®. The importance of an early adequate diagnosis
prior to treatment aims to avoid dissemination of the disease.
A chest radiograph was performed in the patient and did not show
alterations, a fact that indicated the infection was restricted to the
lateral border of the tongue.

The clinical diagnosis of actinomycosis is difficult due to its
capacity to mimic tumors, granulomatous diseases, or fungal
infections®?, besides its possibility of being associated with traumas
and even bisphosphonates-induced osteonecrosis when there is
bone exposure. Among the diagnostic methods, culture is the gold
standard, although challenging, due to the difficulty of growing
bacteria in an anaerobic environment. Other methods have already
been reported, such as image examination, cytopathology analysis
of tissues and secretions collected from the infection sitet 1.

In the current case, the material was collected from the
debridement of the lesion, for the presence of necrotic tissue, and
sent to histopathological analysis, which revealed a granulation
reaction intermingled with multiple colonies of microorganisms,
displaying round morphology in a pattern of rosettes. These
showed peripheral club-shaped, sometimes eosinophilic, structures
compatible with sulfur granules characteristic of infection by
Actinomyces, seeming like those identified in several cases in
the literature®™®. In this histopathological analysis, remnants of
vascular malformation were not observed in the studied sections,
what allows us to conclude that the administration of Ethamolin®,

although having been the entry port to the infection, contributed to
involution of the vascular malformation. When histopathological
examination is not enough to establish the diagnosis, bacterial
colonies may also be visualized by the Gram and Grocott-Gomori
methods.

The treatment of actinomycosis consists of surgical
debridement, drainage and antibiotic use. Surgical intervention
is conducted, above all, when a neoplasm is clinically suspected,
as well as lesions in which there are necrotic tissues and fistulae®.
In order to decrease relapse rate in some cases, extended antibiotic
therapy is necessary, and penicillin is the drug of choice; long-
term follow-up is recommended®. Since the patient was
immunocompetent, antibiotic therapy was not provided; besides,
the infection was localized, and did not show clinical signs of
relapse after debridement. After 21 days, complete regression of the
lesion was observed; after two years of follow-up, relapse was not
detected.

Regular visits to the dentist are fundamental to evaluate
possible recurrences, since actinomycosis can relapse years after
contamination by Actinomyces, or years after an inadequate first
treatment™?.

CONCLUSION

The clinical diagnosis of actinomycosis is difficult to be
achieved because of the varied clinical manifestations of the
disease and its strong association with traumas and loss of
mucosal integrity. Therefore, health professionals must be aware
of the existence of infectious mouth ulcers that can mimic
malignant conditions. It is extremely important that diagnosis is
correctly established so that the adopted treatment is coherent with
the condition exhibited by the patient.

RESUMO

A actinomicose é uma infecgio rara causada pela bactéria do género Actinomyces, que pode acomeler tanto tecidos moles como
asseo; pode estar associada a traumas ou infecgoes prévias. O presente trabalho tem o objetivo de relatar um caso clinico de
actinomicose na borda lateral de lingua origindria de um trauma prévio com o uso de substincia esclerosante para tratamento
de malformagdo vascular. A paciente foi submetida ao debridamento de tecido necrético na regido, e o material, encaminhado para
andlise histopatologica, confirmando o diagnastico de actinomicose. Apos dois anos de acompanhamento, ndo se detectou recidiva.

Unitermos: actinomicose; lingua;, infecgdo.
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