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CASE

Conservative Treatment of Odontogenic
Fibromixoma in maxilla with 11-year follow-up.
Case report.

Leon Campos'? & Cristian Mosco0so0.?

ABSTRACT

Introduction: Odontogenic mixomas (OMs) are a locally infiltrating slow-growing intraosseous
nonmetastasizing tumors of the maxilla and the mandible that have the potential for bone des-
truction and cortical expansion, showing high recurrence rates. Their frequency varies around
the world, accounting for 3-20% of all odontogenic tumors, ranking third among odontogenic
tumors. They predominantly affect young adults, but may occur in various age groups. Report:
A 37-year-old female patient who in August 2005 sought treatment at the Maxillofacial Dental
Unit at Hospital Higueras, Talcahuano, Chile, for a left maxillary bone lesion. An increase in vo-
lume was observed in the left maxillary region in the clinical analysis of the oral cavity. The neo-
plasm was sessile and painless, measuring approximately 3 ¢cm, with a greater diameter in the
vestibule, firm on palpation and without signs of gangliopathy. Computed cone beam tomogra-
phy imaging showed an extensive infiltrating osteolytic lesion in the left maxillary sinus, with no
involvement of the orbital bone structure. Analysis of incisional biopsy yielded the diagnosis of
Odontogenic Fibromixoma. It was proposed to perform the conservative treatment of the lesion,
consisting of enucleation and surgical curettage, obtaining excellent postoperative results and
absence of relapse after 11-year follow-up. Conclusion: The present case report provides eviden-
ce that supports the conservative surgical approach for the treatment of odontogenic myxomas,
which contributes to a better postoperative quality of life for the patient.
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INTRODUCTION

Odontogenic Mixomas (OMs) are an intraosseous lesion characterized micros-
copically by the presence of stellate spindle cells immersed in an abundant myxoid
extracellular matrix (WHO, 2005). The macroscopic analysis shows a firm gelatinous
mass without a capsule. Although its etiology is unclear, OM is thought to arise
from odontogenic ectomesenchyma due to its location in alveolar processes and
its microscopic similarity to the developing dental follicle (Neville et al., 2016). If the
amount of collagen tissue immersed in its epithelium is large, it may be called Odon-
togenic Fibromixoma or Mixofibroma (WHO, 2005; Neville et al., 2016).

OMs predominantly affect young adults, but may occur in various age groups,
average age ranging from 25 to 30 years, with no sex prevalence. It can be found in
almost any region of the maxillae and the mandible, more commonly affecting the
posterior regions of the mandible (Neville et al., 2016; Limdiwala & Shah, 2015). It
is a locally infiltrating slow-growing intraosseous tumor that has the potential for
bone destruction, cortical expansion and recurrence rates of approximately (Rashid
& Bashir, 2015) 25% without metastasis (WHO, 2005; Neville et al., 2016; Limdiwala
& Shah, 2015; Rashid & Bashir, 2015; Chaudhary et al., 2015; Subramaniam et al.,
2016; De Souza et al., 2014, Simon et al., 2004). Small lesions are often asymptoma-
tic and described as radiographic findings on routine imaging tests; however, larger
lesions are often associated with pain, hyposthesia, displacement or reabsorption of
adjacent teeth, expansion, and cortical bone perforation.
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Radiographically OMs are observed as a unilocular or
multilocular radiolucent lesions of well defined and corticalized
margins: although in some occasions they may be diffuse and
poorly defined. OMs may contain fine trabeculae and residual
bone inside them. Large lesions show imaging patterns simi-
lar to “soap bubbles” or “honeycomb”, making a differential
diagnosis with multicyst ameloblastoma (WHO, 2005; Neville
et al., 2016; Limdiwala & Shah, 2015; Rashid & Bashir, 2015;
Chaudhary et al., 2015; Subramaniam et al., 2016; De Souza
etal., 2014; Simon et al., 2004).

Small OMs are generally treated by enucleation and cu-
rettage, but careful periodic follow-up is required for at least
5 years (Neville et al., 2016; Limdiwala & Shah, 2015; Rashid
& Bashir, 2015; Chaudhary et al., 2015; Subramaniam et al.,
2016; De Souza et al., 2014; Simon et al., 2004). In larger le-
sions, resection with safety margins has been documented as
the treatment of choice for recurrences. Recurrence is usually
associated with incomplete excision of the lesion (Neville et al.,
2016; Limdiwala &amp; Shah, 2015; Rashid & Bashir, 2015;
Subramaniam et al., 2016; Simon et al., 2004).

The aim of this article is to report the diagnosis, conser-
vative treatment and 11-year follow-up of a case of Odontoge-
nic Fibromixoma.

CASE REPORT

A 37-years-old female patient, who on August 23, 2005,
sought treatment at the Maxillofacial Dental Unit at Hospital
Higueras, Talcahuano, referred from a public medical center
in Penco, Chile, for “noticing a swelling in her face a month
ago”. The patient had a history of maxillary sinusitis in 1992,
root canal treatments in teeth 1,1-2,1 performed in 1995, renal
lithiasis in 1998, and left ocular lesion in 2002 (Figure 1).

Clinical analysis showed an increase of volume in the
left maxillary region. The neoplasm was sessile and painless,
measuring approximately 3 cm, with a greater diameter in the
vestibule, firm on palpation and with no previous inflammatory
signs. The patient had complete teeth, which were in good con-
dition.

Computed cone beam tomography imaging revealed an
extensive infiltrating osteolytic lesion in the left maxilla, which
extended from suborbital foramen through cephalic foramen
to interradicular bone of teeth 2.5-2.6 in the caudal direction.
Towards medial direction it invaded nasal fossa; lateral border
represented by sinus wall. The lesion was aggressive and had
destroyed bony walls of the nasal cavity, hard palate, and ex-
ternal cortex of the upper jaw, causing exteriorization and soft
tissue involvement with an evident increase of volume in the
genial region reaching the corresponding vestibule. The tumor

had some areas with bordering calcifications, which seemed
characteristic of expansionary growth. The initial diagnosis was
of an infiltrating tumor of the upper left jaw (Figure 1).

Figure 1: A Initial examination shows facial asymmetry associa-
ted with the left genial region, B 1. CT coronal section, infiltra-
ting tumor in the left maxillary sinus with no involvement of left
suborbital ridge is observed, 2. CT coronal section, infiltrating
lesion with irregular borders, internal cortical involvement and
external cortical destruction.

On August 30" , 2005, an incisional biopsy of the lesion
was requested. It revealed a fragment of connective tissue with
stellate spindle cells with lax, myxoid, and non-atypial stroma,
and two small thin trabeculae coated by osteoblasts. It was
concluded the lesion was compatible with odontogenic fibro-
mixoma, but also with a myxoid area suggestive of osteofibrous
dysplasia (Figure 2).
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Figure 2: Histopathological sample: stellate cells in myxoid ma-
trix.
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Given the histopathological and imaging results, after the
completion of root canal treatments in teeth of the left maxi-
llary hemiarch, given the possible damage in the vasculoner-
vioso package (Figure 3), surgical treatment of the lesion was
proposed. The Hospital Surgical Committee decided to carry
out a conservative treatment of the tumor process, due to the
size of the lesion and eventual facial mutilation that would cau-
se radical surgical resection (maxilectomy).

Figure 3: Previous root canal treatment of teeth involved in sur-
gical area.

On November 22nd, 2005, in the surgical ward and under
general anesthesia, excision of tumor lesions was performed
with Weber-Ferguson flap. The procedure also included muco-
sal displacement and tumor mass exposure, blunt and shear
dissection with moderate difficulty, infraorbital nerve was res-
pected and displaced, tumor enucleation, rapid biopsy, sur-
gical curettage, hemostasis control, saline cleansing solution,
Merocel plug (Medtronic, USA) in the left nostril, flap replace-
ment, resorbable suture, Vicryl 3.0 orbicular, Dafilon 4.0. (Figu-
re 4). Drug treatment consisted of Sodium Penicillin 2 million
IU EV every 6 hours, Gentamicin 160 mg per day, both for 5
days, and Metamizol Sodium 1 g every 8 hours for 3 days.
Positive postoperative reviews showed no signs of infection or
painful symptoms. Continuous postoperative reviews without
signs or symptoms of relapse were conducted until April 14,
2011 (Figure 5).

In May 2017 the patient is referred to annual review
requested by the surgical committee. Soft tissues and bone
component of the treated area were normal. The patient re-
ported no painful symptoms, no changes in her bite, no loss of
function and adequate aesthetics, expressing satisfaction with
the proposed treatment. The surgical team proposed to carry
out a histopathological study of the treated area by means of
an incisional biopsy to confirm the positive result of the treat-
ment and the absence of recurrence that is usually present and
documented in this type of benign neoplasms.

Figure 4: 1. extraoral approach by Weber-Ferguson flap, note ex-
ternal cortical bone involvement and infraorbital nerve 2. lesion
with defined borders 3. total lesional excision, note preservation
of teeth in the lesion area 4. postoperative surgical area after
rotary curettage. Note apicectomy of involved teeth 5. sample of
surgical specimen 6. flap replacement

Figure 5: 1-2. Minimal aesthetic involvement caused by surgical
flap. 3. rehabilitation status (checkup after 1 year).
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On May 31t , 2017, under local anesthesia and in the
ambulatory ward at Hospital Las Higueras, a surgical incisional
biopsy of the area was performed, which was later sent to the
pathology unit yielding the following result: scarring connective
tissue within normal appearance (Figure 6). In this way the ab-
sence of relapse in 11 years was confirmed histopathologically,
corroborating, at the same time, the positive result of the con-
servative surgical procedure and the behavior of Odontogenic
Fibromixoma as a less aggressive and less infiltrating form of
neoplasm.

Figure 6: Histological study of incisional biopsy of the surgical
area during checkup. Fibroconective scarring tissue is observed
with absence of myxoid matrix.

DISCUSSION

OM is an intraosseous neoplasm (WHO, 2005; Neville et
al.,, 2016; Limdiwala & Shah, 2015; Rashid & Bashir, 2015;
Chaudhary et al., 2015; Subramaniam et al., 2016; De Souza
et al., 2014; Simon et al., 2004), described by Rudolf Virchow
in 1863, first mentioned in the literature by Thoma and Glod-
man in 1947. In 1948 Stout defined its histological diagnostic

criteria characterizing it as a true neoplasm, excluding com-
ponents of other mesenchymal tissues recognizable as chon-
droblasts, lipoblasts and rhabdomyoblasts (Rashid & Bashir,
2015).

Its frequency varies across the world, ranging from 3-20%
of all odontogenic tumors. It is the third most frequent odon-
togenic tumor (after odontoma and ameloblastoma) (WHO,
2005). It is found predominantly in young adults, but may
affect a large age group. Recent studies show a higher inci-
dence in females, reaching a ratio of 1:1.5 to 1: 4 (WHO, 2005;
Limdiwala & Shah, 2015; Rashid & Bashir, 2015; Chaudhary et
al., 2015; Simon et al., 2004).

Small lesions are often asymptomatic and described as
radiographic findings on routine imaging tests. Higher volume
lesions are often associated with pain, mobility, reabsorption
(Melo et al., 2008) and loss of teeth, bone cortical expansion
and perforation, and facial deformity (WHO, 2005; Neville et
al., 2016; Limdiwala & Shah, 2015; Rashid & Bashir, 2015;
Chaudhary et al., 2015).

The present case report is about an odontogenic fibro-
mixoma of the left maxillary sinus of 5.5 cm in diameter, with
images showing infiltration in the ipsilateral nasal compart-
ment without involvement of infraorbital ridge. In spite of its
size, its histopathological characteristics and recurrent beha-
vior, the surgical medical committee at Hospital Las Higueras
Talcahuano opted for a conservative treatment of the lesion to
avoid excessive facial damage, as described in the literature
when using more radical treatments.

The most interesting aspect of the present case is its
treatment. Lesions exceeding 3cm require extensive resection
with safety margins (WHO, 2005; De Souza et al., 2014; Ro-
cha et al., 2009; Kawase-Koga et al., 2014; Melo et al., 2008;
Lahey et al., 2013) of 1-2 cm (Simon et al., 2004) and a pe-
riodic long-term review, according to literature. However in the
present case long-term positive results were obtained having
opted for a conservative treatment. This was confirmed by 11-
year follow-up and reviews in which the patient had no clinical
or imaging signs of relapse, confirming conservative treatment
as new treatment alternative for Odontogenic Fibromixomas.

It should be mentioned that the neoplasm described in
this case corresponds to the fibrous variant of the Odontogenic
Mixoma, which is characterized by the amount of collagen fibers
in its epithelium. In the literature, only 24 cases of Odontogenic
Fibromixoma have been documented. There is a third type of
variant with only three documented cases in the world, which
presents intrinsic epithelium (Lahey et al., 2013) and received
radical treatment. It could be used as an inclusion criterion at
the time of deciding the type of treatment.
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The results of this case display a new type of behavior and
confirm a new treatment to Odontogenic Fibromixomas. This may
be due to the greater amount of collagen immersed in its epi-
thelium, which results in a less aggressive and less relapsing
form with respect to other types of mixomas; subsequently, a
conservative care approach could be used to treat these lesions.

The commonly proposed treatments for these type of le-
sions are usually radical, regardless of the stage of growth and
development of the lesion affecting the patient (Murphy et al.,
2016); and although radical treatments greatly affect their qua-
lity of life (Rashid & Bashir, 2015; De Souza et al., 2014), they
produce a decrease in the rate of relapse and provide better life
expectancy at the expense of affecting the patient’s aesthetics
(Lahey et al., 2013).The conservative treatment of Odontogenic
Myxofibroma has shown excellent postoperative results, as has
been documented in the literature, with recurrence rates below
10% (Meleti et al., 2015).

Given the choice of conservative treatment, it is important
to emphasize that there should be adequate postoperative fo-
llow-up. The recurrence of early diagnosed lesions does not imply
treatment failure and the lesion can be removed by a relatively
simple procedure without resorting to mutilating surgical inter-
ventions that make the rehabilitation of the patient more diffi-
cult. However, checkups and reviews are crucial to confirm that
the lesion has healed, and periodic clinical and radiographic fo-
llow-up should be maintained indefinitely (Rocha et al., 2009;
Lahey et al., 2013). In this case follow-up has been successful
after 11 years.

Conservative treatments offer several advantages over
more radical treatments. They are substantially less invasive,
can be achieved using an intraoral surgical approach, preserve
function and aesthetics, and have a shorter hospitalization time,
being more cost-efficient and reducing the economic burden
for health systems. However, the risk of recurrence after conser-
vative surgery is greater because ototogenic myxoma is not an
encapsulated lesion and its myxomatous tissue infiltrates the
surrounding bone tissue without causing immediate destruction.
The latter may explain the high rates of recurrence (10-30%)
after conservative surgical treatment (Kawase-Koga et al., 2014).

CONCLUSION

The present case report provides evidence that supports
the conservative surgical approach for the treatment of odon-
togenic myxomas, which contributes to a better postoperative
quality of life for the patient.

REFERENCES

Chaudhary Z, Sharma P, Gupta S, Mohanty S, Naithani M, Jain A. Odon-
togenic myxoma: Report of three cases and retrospective review of literature in

Indian population. Contemp Clin Dent. 2015; 6(4):522-528.

De Souza JGO, Claus JDP, Ouriques FD, Gil LF, Gil JN, Cardoso AC, Bian-
chini MA. Treatment of Odontogenic Myxoma: A Multidisciplinary Approach—6-
Year Follow-Up Case. Case Rep Dent. 2014; 1.

Kawase-Koga Y, Saijo H, Hoshi K, Takato T, Mori Y. Surgical management
of odontogenic myxoma: a case report and review of the literature. Yoko. BMC
Res Notes 2014; 7:214.

Lahey E, Woo S, Park H. Odontogenic Myxoma with Diffuse Calcifica-
tions: A Case Report and Review of the Literature. Head Neck Pathol. 2013;
7(1):97-102.

Limdiwala P, Shah J. Odontogenic myxoma of maxilla: A review discus-
sion with two case reports. Contemp Clinl Dent. 2015; 6(1): 131-136.

Meleti M, Giovannacci |, Corradi D, Manfredi M, Merigo E, Bonanini
M, Vescovi P. Odontogenic Myxobroma: A concise review of the literature with
emphasis on the surgical approach. Med Oral Patol Oral Cir Bucal. 2015;
20(1):e1-6.

Melo AUC, Martorelli SBF, Cavalcanti PHH, Gueiros LA, Martorelli FO.
Maxillary odontogenic myxoma involving the maxillary sinus - Case report. Rev
Bras Otorrinolaringol. 2008; 74(3): 472-5.

Murphy C, Hayes R, McDermott M, Kearns G. Odontogenic myxoma
of the maxilla: surgical management and case report. Irish J Med Sci. 2016;
186(1):243-246.

Neville BW, Damm DD, Allen C, Bouquot J. Oral and Maxillofacial Pa-
thology. Fourth ed. Chapter 15 Odontogenic Cyst and Tumors. Missouri: Saun-
ders; 2016.

Rashid H, Bashir A. Surgical and prosthetic management of maxillary
odontogenic myxoma. Eur J Dent. 2015; 9(2):277-283.

Rocha AC, Gaujac C, Ceccheti MM, Amato-Filho G. Treatment of re-
current mandibular myxoma by curettage and cryotherapy after thirty years.
Clinics 2009; 64(2):149-52.

Simon EN, Merkx MA, Vuhahula E, Ngassapa D, Stoelinga PJ. Odon-
togenic myxoma: a clinicopathological study of 33 cases. Int. J. Oral Maxillofac
Surg. 2004; 33(4): 333-337.

Subramaniam S, Nastri A, King J, Iseli T. Endoscopic resection of the
pterygoid plates following incomplete transoral resection of an odontogenic
myxoma. Br J Oral Maxillofac Surg. 2016; 55(4):e19-e20.

WHO. World Health Organization Classification of Tumours Head and
Neck tumours. Lyon: IARC Press. 2005.

Campos L, Moscoso C. Conservative Treatment of Odontogenic Fibromixoma in maxilla with 11-year follow-up. Case report.

IntJ Med Surg Sci. 2019; 6(3): 96-100. doi: 10.32457/ijmss.2019.029.



