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. Abstract

In this article we present a case of an Ossification of Postenor
Longitudinal Ligament(OPLL) and spinal hemangioblastoma. The
64-year-old female was presented to our hospital experiencing
worsening right thumb and index finger numbness.

Magnetic Resonance Imaging (MRI) revealed suspected OPLL with
spinal cord encroachment over C2-C6 level. Besides, the T1-
weighted with Gadolinium contrast series demonstrateda 11 mm in
diameter, well enhancement intradural lesion at C4 level. Upon
additional cervical spinal Computed Tomographic Angiography (CTA)
study, the presence of OPLL was confirmed. Operation of C2 to C6
total laminectomy with lateral mass screws instrumentation and C4
spinal tumor removal were performed.

After surgery, histopathological examination demonstrated
hemangioblastoma (WHO grade ) in the resected lesion specimen.
Apart from clinical, radiological, and histopathological data, we also
search the past literature relating to this unique combination of
medical conditions, but no precedent was found. With regards to our
case, the pre-surgical image survey provided us with much support
towards making critical decisions. Surgery for the removal of
simultaneously coexisting OPLL and hemangioblastomais a unique
but challenging task due to the potential risk of spinal cord damage.
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The histological examination of the tumor was consistent with
diagnosis of hemangioblastoma (WHO grade l); the result showed
large neoplastic stromal cells accompanied with capillaries with
variable sizes, closely packed and thin-walled vessels.

Flgure 4. (A)Section shows spinal tissue and tumor composed of proliferation of
capillaries with varlable sizes, closely packed vessels and large neoplastic stromal cells.
(B)IHC stain reveals focal weak positive of inhibin. (C) Positive staining of neuron
specific enolase (NSE). (D) Focal weak positive staining for S-100.

; Introduction
Among spinal intramedullary tumors, hemangioblastomas are
relatively rare with a incidence rate of approximately 3%.! These
benign tumors are mostly found in cervical or thoracic spinal cord
and about one-third patients associated with von Hippel Lindau
(vHL) disease. In this case report, we present a case with cervical
spinal hemangioblastoma complicated with Ossification of Posterior
Longitudinal Ligament(OPLL) and prominent syringomyelia.

‘Case Presentation

A64-year-old female patient presented with muscle weakness of
the right upper limb and worsening dysesthesia of the right thumb
and index finger without other neurological deficits, including normal
lower limbs muscle power. Personal and family histories of central
nervous system (CNS) tumors were negative finding. Non-contrast
magnetic resonance imaging (MRI) of the cervical spine from other
institute revealed suspected ossification of the posterior longitudinal
ligament (OPLL) at C2 to C6 levels with severe spinal cord
compression and prominent syringomyelia (Figure 1). Repeated
MRI in gadolinium-contrasted T1-weighted series showed a well-
defined intradural tumor, about 11 mm in diameter, at the right
posterior aspect of the C4 level (Figure 2 & 3). The pre-operative
Computed tomographic angiography (CTA) also confirmed the same
diagnoses.

Total laminectomies from C2 to C6 with instrumentation and the C4
tumor removal were performed. We first completed the
instrumentation of C2 to C6 with lateral mass screws and rods
fixation under C-arm fluoroscopy. Then we opened dura layer and
arachnoid membrane for revealing the C4-C5 level intramedullary
tumor. Under the microscope, pinkish and fibrous tumor with
abundant vascular supplement was noted. Resection of the tumor
was done after gradually gentle dissection, coagulation, and
excision.

The patient was discharged 2 weeks after the surgery, walking
unassisted with all limbs muscle power full. Transient urine retention
was encountered but got resolved 1 weeks later.

Figure 1. The T2-weighted

Figure 2. The T1-weighted

Figure 3. The axial view of

MRIrevealed OPLLfrom C2to  MRIwith contrast  T1 with
C5 level contrast showed
syringomyelia. atCd level. the right-sided intradural

tumor.

Simultaneous presentation of OPLL and hemangioblastoma are

rarely encounters, while the coexistence of OPLL,
hemangioblastoma and syringomyelia has never been reported in
English literature. In very rare cases that presents with
syringomyelia, intramedullary tumors such as hemangioblastoma or
ependymoma should always be kept in mind and spinal MRI with
contrast or angiography should be done if necessary.2 On the other
hand, we should be pay special attention while facing cases with
cases of herniated disc, cervical spondylosis and OPLL complicated
with prominent syringomyelia. It is unusual to see the combination
of syringomyelia with extradural degeneralive lesions such as
osteophytes, herniated disc or calcified posterior longitudinal
ligament. Thus, further examination to rule out any intradural or
intramedullary lesion is necessary.

Several reported have demonstrated the preoperative embolization
of spinal hemangioblastoma was a safe and useful procedure to
decrease intraoperative loss of blood and facilitate the surgical
removal of the lesion.? However, Saliou et al.4proposed complication
with vertebrobasilar infarction with consequent unilateral cerebellar
syndrome and gait instability. They also demonstrated that
preoperative embolization was only recommended in highly selected
cases. Until now, there is still no sufficient evidence demonstrating
the real advantages of pre-operative embolization.

Regarding our case, missed diagnosis of the C4 hemangioblastoma
could have happenedif the focus was solely placed on how to treat
the OPLL via anterior or posterior approach after a quick glance of
the non-contrast spinal MRI. The operation might only focus on
spinal canal decompression and instrumentation if the further
Gadolinium-enhanced MRI or CTA was not indicated. Although rare,
concomitant cervical hemangioblastoma should be listed in the
differential diagnosis when OPLL with prominent syringomyelia is
encountered. Besides, the patient did not receive preoperative
embolization due to the high risk for the accidental migration of
embolic material into the anterior spinal artery. As mentioned above,
the preoperative is only recommended in those highly selected
cases with multidisciplinary discussion amongst neurosurgeons and
neuroradiologists.

e Conclusions :

Simultaneous presentation of OPLL and hemangioblastoma are
rarely encounters, while the coexistence of OPLL,
hemangioblastoma and syringomyelia has never been reported in
English literature.

In the present case, the pre-surgical image survey provided us with
much support towards making critical decisions. Surgery for cervical
myelopathy cases that presents with syringomyelia, intramedullary
tumors should always be kept in mind and spinal MRI with contrast
or angiography should be done if necessary.
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