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Retro-odontoid pseudotumor: a rare complication
of Diffuse Idiopathic Skeletal Hyperostosis
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INTRODUCTION

Diffuse Idiopathic Skeletal Hyperostosis (DISH) is a
proliferative, mostly asymptomatic bone disease, fea-
turing diffuse calcification and ossification of ligaments
and entheses. DISH classically affects the anterolateral
aspects of the thoracic spine, but the cervical and lum-
bar segments can also be involved by marked ligament
ossification. Clinical manifestations include progres-
sive restriction of spinal movements, with little or no as-
sociated pain, and symptoms related to cervical ossifi-
cation, as dysphagia and airway obstruction. Neuro-
logic manifestations are uncommon and mainly caused
by mechanical enthesophyte myelocompression'. The
formation of retro-odontoid masses (pseudotumors) is
a rare cause of myelopathy in DISH and has been sel-
domly reported?*”.

CASE REPORT

A 76-year-old male was referred to our clinic com-
plaining of progressive limitation of spinal movements
in the past ten years. He referred intermittent cervical
mechanical pain but no limb numbness or weakness.
He was being treated for Arterial Hypertension and Di-
abetes Mellitus type 2 for the past twenty years and had
asedentary lifestyle. Physical examination showed cer-
vical kyphosis and lumbar rectification. The spinal
range of motion was extremely limited but painless in
all segments, particularly in the cervical spine. The neu-
rological and further musculoskeletal exam was unre-
markable. Plain radiographs of the spine showed mas-
sive ossification of the anterior longitudinal ligament
in the cervical spine (Figure 1), suggesting DISH.
Coarse osteophytes were also prominent in the thoracic
and lumbar segments. Cervical magnetic resonance
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FIGURE 1. Plain radiograph of the cervical spine (lateral
incidence). Diffuse ossification of the anterior longitudinal
ligament (arrows).

imaging (MRI) was performed to study the atlantoaxial
transition. A retro-odontoid pseudotumor of fibrous
aspect was evident, with no clear neural compromise
(Figure 2). The patient was referred to the neurosurgery
department for monitoring, as a surgical approach
might be needed in the case of pseudotumor progres-
sion conditioning myelocompression.

DISCUSSION AND CONCLUSIONS

Retro-odontoid pseudotumors are uncommon non-
neoplastic masses whose pathophysiology is mainly
linked to chronic atlantoaxial instability. The increased
motion of the craniocervical junction generates micro-
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FIGURE 2. T2-weighted magnetic resonance imaging of the
cervical spine. A low-signal intensity retro-odontoid mass
(arrow) slightly reduces the canal's patency by an impression of
the anterolateral right side of the cranial cervical cord but
without clear neural compromise. The retro-odontoid
pseudotumor is hypointense in T1 and T2 sequences,
suggesting a fibrous nature.

injuries and a consequent reparative process with fi-
brocartilaginous metaplasia of the peri-odontoid soft-
tissues*. In DISH, C1-C2 transition becomes hyper-
mobile in patients with extreme rigidity of the more os-
sified lower cervical spine. Although rare in DISH,
retro-odontoid pseudotumors can lead to severe com-
plications as tetraparesis due to medullar compres-
sion*’. Special attention must be given to the detec-
tion of early signs and symptoms suggesting myelopa-
thy in all patients with advanced DISH.

CORRESPONDENCE TO

Ana Rita Prata

Rheumatology Department

Centro Hospitalar e Universitario de Coimbra
Praceta Professor Mota Pinto, 3004-561 Coimbra
E-mail: 11408@chuc.min-saude.pt

REFERENCES

1. Mader R, Verlaan JJ, Buskila D. Diffuse idiopathic skeletal hy-
perostosis: Clinical features and pathogenic mechanisms. Nat
Rev Rheumatol.2013;9(12):741-750.

Jun BY, Yoon KJ, Crockard A. Retro-odontoid pseudotumor in
diffuse idiopathic skeletal hyperostosis. Spine (Phila Pa 1976).
2002;27(10):266-270.

Bamps S, Roosen G, Put E, Plazier M, Vanvolsem S, Wissels M,
et al. Retro-odontoid pseudotumor (pannus) with Forestier’s
disease presenting with severe tetraparesis: A case report and
literature review. Surg Neurol Int. 2020 May 16;11(133):111.
Sze G, Brant-Zawadzki MN, Wilson CR, Norman D, Newton
TH. Pseudotumor of the craniovertebral junction associated
with chronic subluxation: MR imaging studies. Radiology.
1986;161(2):391-394

Sono T, Onishi E, Matsushita M. Radiographic risk factors and
surgical outcomes for retroodontoid pseudotumors. J Spinal
Disord Tech. 2014;27(6):193-198.

THE OFFICIAL JOURNAL OF THE PORTUGUESE SOCIETY OF RHEUMATOLOGY

280



