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SUMMARY

Introduction Actinomycosis is an uncommon chronic granulomatous infection first described by Bol-
linger in 1877.The infection is caused by actinomyces species and it is characterized by slow contiguous
spread and suppurative inflammation, formation of multiple abscesses and sinus tracts with possible

drainage of “sulfur granules”.

Case Outline We report an unusual case of actinomycosis of the cheek that occurred 6 years after buc-
cal odontogenic abscess. A 56-year-old male was referred to the Department of Oral Surgery because
of a painless swelling of the left cheek, which initiated three weeks prior to the referral. The diagnosis
of actinomycosis was confirmed by histopathologic examination. In accordance with the diagnosis oral
penicillin was prescribed for four months with complete resolution.

Conclusion This case of actinomycosis is presented as a rarity. For proper diagnosis, careful examination

and a high degree of clinical suspicion are necessary.
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INTRODUCTION

Actinomycosis is a rare chronic granulomatous
infection caused by actinomyces species; it is
characterized by a slow contiguous spread and
suppurative inflammation, formation of mul-
tiple abscesses and sinus tracts with possible
drainage of “sulfur granules” [1]. Actinomyces,
first described by Bollinger in 1877, are gram-
positive, non-acid-fast, anaerobic or facultative
anaerobic bacteria which are very difficult to
cultivate [2]. This commensal bacteria usually
inhabits the human oral cavity, respiratory and
digestive tracts, and becomes invasive when it
gains entry to the submucosal or subcutaneous
tissue through cutaneous or mucosal lesions
[3]. Infection is more common in rural areas
than in cities. Antecedent conditions that can
predispose infection are: maxillofacial trauma,
tooth extraction, periodontal pockets, poor
dental hygiene, immunodeficiency or condi-
tions such as osteonecrosis after radiotherapy
or after orthognathic surgery. However, there
have been a few cases where the focus of in-
fection could not be specified. The various
sites of infection were described: the scalp, the
forehead, the nose, the paranasal sinuses, the
palate, the parotid gland, the temporal bone,
the lacrimal glands, the minor salivary glands,
the cheeks, the lower jaw, the tongue, the lip,
the larynx and the lower pharynx [4-11]. Al-
though uncommon, and at present estimated
a rare disease in Europe [12], actinomycosis
is an important clinical entity because of its
difficult diagnosis due to non-specific imag-
ing findings, symptoms that can mimic other
diseases and because of long-lasting treat-

ment. Although cervicofacial actinomycosis
occurs infrequently, it should be included in
the differential diagnosis when images show
a soft-tissue mass with inflammatory changes
and an infiltrative nature in the cervicofacial
area. A CT scan and MRI are not sufficient for
distinguishing actinomycosis from malignant
tumoral masses [13]. Actinomycosis is now
uncommon in Europe and the possibility that
we may face a patient with actinomycosis is
therefore underestimated [12].

We report an unusual case of actinomycosis
of the cheek that occurred 6 years after buccal
odontogenic abscess, intraoral incision and ex-
traction of tooth 36.

CASE REPORT

A 56-year-old male was referred to the De-
partment of Oral Surgery because of a painless
swelling in the left cheek, which he had no-
ticed three weeks prior to the referral. Empiri-
cal antibiotic therapy prescribed by a primary
care physician did not lead to the decrease in
size of the swelling. The patient who dwells in
an urban area, without any pets in his house-
hold, firmly denied any contact with animals
or visiting rural areas in the last 6 years, he
also denied any recent odontogenic symptoms
or maxillofacial trauma prior to the appear-
ance of the swelling. However, the patient did
mention having a buccal abscess 6 years ear-
lier because of a decayed tooth 36, which was
then extracted. An intraoral incision was also
performed. After that painful experience the
patient took good care of his remaining teeth
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Figure 1. Left cheek with slightly erythematous overlaying skin

Figure 3. Biopsy specimen composed of granulation tissue surround-
ing an abscess cavity with “drusa” formation of actinomycete colonies
(Hematoxylin and eosin, x40)

and visited his primary dentist on a regular basis. The
patient had no record of serious disease in his medical
history and no sign of immunodeficiency. The possibil-
ity of inoculation of the bacteria with eventual biting of
the buccal mucosa was excluded since the patient did not
have molars in the upper and lower left jaws, which were
extracted earlier except tooth 36. The patient did not use
partial dentures. According to that, the only possible mo-
ment of inoculation of actinomycetes was 6 years earlier,
at the time when tooth 36 was extracted and incision was
performed because of an odontogenic abscess in the buccal
region. Clinical examination revealed a facial asymmetry,
with swelling of the left cheek measuring cca 2x2 cm with
a slightly erythematous overlaying skin (Figure 1). Upon
palpation the mass was round, indurated and movable. No
significant cervical lymphadenopathy was noted. Intraoral
examination showed partially edentulous arches with no
abnormality discovered, with well maintained oral hygiene
(Figure 2). Routine panoramic radiograph was performed
with a normal radiological finding. The patient was re-
ferred to the Cytology Department for cytological exami-
nation. Cytological finding showed subacute inflammation
and was non-specific. Thus it was decided to perform an
incisional biopsy under local anesthesia. The patient gave

Figure 2. Intraoral finding, partially edentulous arches with no ab-
normality
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Figure 4. Biopsy specimen composed of granulation tissue surround-

ing an abscess cavity with “drusa” formation of actinomycete colonies
(Hematoxylin and eosin, x100)

informed consent for incision, which revealed granulation
tissue with discharge of yellowish “sulfur granules”

Histopathologic examination revealed a specimen com-
posed of granulation tissue surrounding an abscess cavity
with amorphous blue masses of actinomycete colonies in
a characteristic “drusa” formation.

The diagnosis of actinomycosis was confirmed by his-
topathologic examination showing chronic granulomatous
inflammation with the presence of multiple granules of
actinomyces surrounded by polymorphonuclear neu-
trophils (Figures 3 and 4). According to the diagnosis oral
penicillin was prescribed for four months with complete
resolution.

DISCUSSION

Actinomyces species is divided in several subgroups. Ac-
tinomycosis in humans is mainly caused by Actinomyces
israelii. There are at least 5 types of actinomycosis based
on the site of involvement. Cervicofacial actinomycosis is
most frequent and accounts for around 60% of all cases;
it occurs in the oral cavity and in the region of the head
and neck. Actinomyces species is commensal in the oral
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cavity as well as in the overall gastrointestinal tract, and it
is believed that caries, periodontal disease, mucosal inju-
ries, poor hygiene and immunodeficiency can lead to the
development of actinomycosis. Pathogens can enter the
respiratory tract by inhalation and cause thoracic actyno-
mycosis which mainly involves the lungs and mediasti-
num. Abdominal actinomycosis most frequently occurs
after surgery, pelvic and generalized types of actinomyco-
sis are also described in the literature [14, 15, 16].

It is important to emphasize that after inoculation of
actinomycetes or inadequate first treatment, actinomyco-
sis can reoccur years after the first inoculation [17, 18].
However, the reason why actinomycosis may manifest
itself years after inoculation still remains unknown [19].

Actinomycosis often mimics other diseases because of
non-specific radiological findings and non-specific symp-
toms that involve indurated swelling characterized by a
slow progress and with the formation of multiple sinus
tracts that lack response on the empirical application of
antibiotics. It is important to mention that the appearance
of “sulfur granules”, although a helpful sign, is not pathog-
nomic for actinomycosis since they can also be present in
nocardiosis [20].

Lymphatogenous spread of actinomyces is rare because
of the size of bacteria; cervical lymphadenopathy eventually
develops in the late stages of the disease, which can be help-
ful in the differential diagnosis from malignant neoplasms.
Because of the above given reasons and due to a difficult
cultivation of bacteria, the diagnosis of actinomycosis still
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suspicion is needed.
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AKTUHOMMKO3a 06pa3a

bpyHo Bupakosuh', lapko MauaH?, bepucnas Mepuh? CnomeHka MaHojnoBuh?

'Opjen 3a 6onecty yxa, rpna, Hoca, KUpyprujy rnase 1 Bpata, Onha 6onHuua, p. Jocun beHuesuh’, CnaBoHckn bpog, XpBatcka;
Opjen 3a opanHy v Makcunodauujanty Kupyprujy, Knnimuka 6onHuua [lybpasa, Cromatonoluku ¢pakyntet, Ceyunnuwte y 3arpeoy,

3arpe6, XpBartcka;

30pjen 3a KNMHUYKY 1 eKcnepuMeHTasHy natonorujy, Knuiuuka 6onHnua flybpasa, 3arpe6, XpBatcka

KPATAK CAAPXKAJ

YBop AKTMHOMMKO3a je peTKa XPOHMYHa rpaHyomMaTo3Ha 60-
NecT Kojy je npBum nyT onuncao bonnHrep 1877. roguHe. bonect
je y3poKkoBaHa akTMHOMMLIETaMa 1 OAJIKYje ce CMOPUM Ha-
NPeTKOM, THOjJHOM YMasiomM, CTBaparbem MyATUMMX ancueca u
durctyna c moryhum nyuerbem ,CyMNOpPHMX rpaHyna”.
Mpukas 6onecHuKa MNpukasyjemo HeobyyaH cinyyaj akTMHO-
MMKO3€e 06pa3a LIECT roAvHa HAKOH OyKanHOT OfOHTOreHoT ar-
cueca. Mywkapau ctap 56 roguHa ynyheH je y 3aBog 3a opasnHy
Xupyprujy 36or 6e3601Hor 0ToKa y noapyyjy nesor obpasa, Ko-
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ja je 3anouena Tpu Heperbe npe ynyhueara y 3aBog. [lnjarHo3a
aKTMHOMIMKO3e noTBphHeHa je NaToXnCTONOLKNM Hanasom. Y
CKNnagy ca AnjarHo3om npenmcaH je NeHNLUMANH TOKOM YeTnpu
MeceLla, HaKOH Yera je AoLUOo A0 U3neyetba.

3aksmbyyak OBaj Cnyyaj akTHOMUKO3E je peTKa nojasa. 3a npa-
BUWIHY AUjarHO3y NoTpebHM Cy NaxxsbuB nperneq 6onecHuKa u
BUCOK CTeMeH KNMHUYKE CyMHbE.

KrbyuHe peun: akTMHOMUKO3a; GyKanHO; rpaHynoMaTo3Ha
nHbeKumja
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