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Abstract
In international literature, several cases of multicentric osteoid osteoma have been described. Clinical
presentations with a double nidus in the same bone, in adjacent bones or in symmetric bones have been reported.
In the present study the authors report a case of an osteoid osteoma of the right distal femur in a forty-five years old
man with a history of osteoid osteoma of the left distal femur treated thirty-four years earlier. To our knowledge, only
two similar cases were known so far.

Introduction
The Osteoid Osteoma (OO) is a benign osteoblastic bone tumour,
firstly described by Jaffe in 1935 [1]. It usually arises in long bones of
children and young adults, but the localization in the spine [2] or in
short a bone is not unfrequent [3-5].
Osteoid osteomas having radiologic and clinical features other
than classical presentation of osteoid osteoma are called atypical
osteoid osteomas. Atypical osteoid osteomas are important because the
diagnosis and treatment are often complicated in these cases [6].
The objective of the present report was to describe a particular case
of Osteoid Osteoma of the right distal femur in a forty-five years old man
with a history of Osteoid Osteoma of the left distal femur thirty-four
years before. In international literature many cases of multicentric or
double nidus Osteoid Osteoma and few cases of Osteoid Osteoma with
double localization in the same bone, in adjacent bone, in symmetric
bone and only three cases in different bone were described [7].

Case Report
A forty-five years old man complaining pain to the right knee
referred to our Institute for an orthopeadic consultation in february
2011. The history revealed he had been treated for an Osteoid Osteoma
of the left distal femur in 1977. From the review of the old medical
records resulted that, in october 1977, the patient referred to an
orthopaedic department, complaining persistent pain at the medial site
of the left knee from one year. Pain had gone to remission after NSAIDs’
assumption. A standard X-ray of the left femur was performed, showing
a localized area in the medial condyle with swelling of the cortex and
periosteal reaction. A stratigraphy to localize the lesion was performed
and, according to the peculiar clinical and radiological findings, the
diagnostic hypothesis was osteoid osteoma. The clinical examination
reports of a slight swelling of the knee with normal range of motion
and moderate quadriceps muscle’s hypotrophy. Pain after palpation
in correspondence of the medial condyle was observed. The patient
was treated with surgical excision of the lesion and, two days later, he
was resigned with resolution of pain. Macroscopically, the lesion was
described as a sclerotic zone of mature bone and the histologic diagnosis
was osteoid osteoma. No complications were observed and at follow up
of one, two and six months, the patient was completely asymptomatic.
Thirty-four years later, on February 2011, the patient complained
a continuous, deep and intense pain at the right knee, increasing
during the night, but completely disappearing after oral assumption of
NSAIDs. Standard X-Ray of the femur and tibia, showed a subperiosteal
area of sclerosis, proximal to the medial condyle. The CT scan (Figure1)
showed an area of cortical thickening in the postero-medial region of
the metaphysis (black arrow), with an extension length in sagittal plane
of 41 mm, width in frontal plane of 31 mm and depth of 12 mm; a
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central osteolytic nidus of 5 mm (white arrow) was also described. A
bone scan (Figure 2) pointed out the presence of an area of evident increase
of uptake corresponding to the medial cortex of the distal right femur.
The imaging pattern was consistent with the diagnosis of osteoid
osteoma.
The patient underwent radiofrequency ablation of the Osteoid
Osteoma under CT control, using RITA probe with timing of three
minutes at 90°C and then one minute at 95°C (Figure 3). Before
thermoablation of the lesion, a needle biopsy was performed,
confirming the clinical and radiological diagnosis of osteoid osteoma.
The postoperative day the patient was resigned and at follow up after
one and six months he was completely asymptomatic.

Discussion
The purpose of this report was to describe an atypical case of
metachronous osteoid osteoma of the right distal femur in a forty-five
years old man with a history of osteoid osteoma of the left distal femur
thirty-four years before.

Figure 1: Axial computed tomography section confirming a clearly defined
lucent nidus (white arrow) with surrounding sclerotic rim (black arrow).
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Osteoma arising in right and left radius. A bilateral Osteoid Osteoma
of the mandible was reported by Duenas et al. [41]. Yildiz et al. [42]
included in his series a case of Osteoid Osteoma involving the left tibia
and, one month later, the right tibia.
Multiplicity of the nidi in osteoid osteoma is not well explained [6]:
some authors suggest that multicentric osteoid osteoma is a borderline
form of osteoid osteoma that transforming into an osteoblastoma [4345] while Byers assessed that osteoid osteoma and osteoblastoma are
two distinct entities [46]. Differently, Zmurko et al. [44] and Beck et
al. [47] have stated that multicentric osteoid osteoma may represent an
incomplete attempt at healing that resulted in the walling off of the first
nidus and the subsequent formation of two distinct nidi.
Only two cases similar to our report were described. Rand et al.
described a case of an Osteoid Osteoma in the distal phalanx of the left
index finger and, thirteen years later in the femoral neck of the right hip
[48]. Beck et al. in 2011 reported a case of an Osteoid Osteoma of the
tibia and of T7 vertebral body [47].

Conclusion
Figure 2: Bone Scan demonstrating corresponding focal hot spot in anterior
(white arrow) and posterior (black arrow) projection.

Our case indicates that a second osteoid osteoma can rarely occur
in a different bone in the same patient, even many years later. In case of
a patient with a history of a previous osteoid osteoma, presenting with
deep and continuous pain in a different site, increasing during the night
and relieved by oral assumption of Non-Steroidal Anti-Inflammatory
Drugs (NSAIDs), an accurate evaluation of the radiographic findings
is recommended because a metachronous osteoid osteoma is a possible
diagnosis.
No basis was reported in literature to assess a possible genetic
predisposition for these rare and particular presentations of osteoid
osteoma. Nevertheless, considering its extremely rare incidence, a
metachronous osteoid osteoma in a different bone in the same patient
must be considered an occasional event.
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