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Abstract

Idiopathic trigeminal sensory neuropathy is a rare clinical
condition characterized by sensory disturbances on the face.
Its symptoms may be permanent or temporary and a wide
variety of diagnostic procedures is usually required to estab-
lish the diagnosis. Frequently, it is the first manifestation of
a systemic disorder. In the majority of cases causal treatment
is not possible, even though patients with trigeminal sensory
neuropathy should be carefully monitored by physicians.

Key words: idiopathic trigeminal sensory neuropathy, trige-
minal sensory neuropathy, trigeminal nerve.

Case report

A 43-year-old woman was admitted for the first time
to the Department of Neurology, Medical University
of Warsaw in January 2012. She complained of a sud-
den loss of sensation on the left side of her face. A few
weeks before she suffered from mild upper respiratory
tract infection. The medical history was unremarkable
except for meningitis when she was 16 years old.

Neurological examination revealed only impairment
of superficial sensation on the left side of her face in
the area of innervation of all three branches of the left
trigeminal nerve. Computed tomography performed at
admission presented no abnormalities. All laboratory
investigations, including C-reactive protein, procalci-
tonin and erythrocyte sedimentation rate, were within

Streszczenie

Idiopatyczna czuciowa neuropatia tréjdzielna to rzadka cho-
roba dotyczaca zaburzen czucia w obrebie twarzy. Zjawisko
to moze mie¢ charakter przejsciowy lub staly, diagnostyka zas
wymaga zazwyczaj wykonania wielu réznych badan. Czesto
neuropatia trdjdzielna jest pierwszym objawem choroby ukla-
dowej. Najczesciej leczenie przyczynowe nie jest mozliwe,
jednak pacjenci z idiopatyczng neuropatig tréjdzielng powin-
ni by¢ pod stalg opiekg medyczna.

Stowa kluczowe: idiopatyczna czuciowa neuropatia tréjdziel-
na, czuciowa neuropatia tréjdzielna, nerw tréjdzielny.

normal limits. The levels of immunoglobulins, thyroid
hormones, proteinogram, rheumatoid factor, and anti-
bodies against Lyme disease in serum were in the nor-
mal ranges. Additionally, thrombophilia, the presence
of lupus anticoagulant, anti-neutrophil cytoplasmic anti-
bodies, antinuclear and anticardiolipin antibodies, in-
creased angiotensin converting enzyme activity, HIV
infection and syphilis were excluded by appropriate tests.
The level of antithrombin 111 was within normal limits.
Visual-, somatosensory- and brain stem auditory-evoked
potentials as well as blink reflex potentials presented no
abnormalities. Aneurysms and vascular malformations
were excluded by the use of computed tomography an-
glography. Moreover, the computed tomography of the
skull base and nasal sinuses revealed chronic sinusitis of
the left maxillary sinus and in both sphenoid sinuses.
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The patient was consulted by a laryngologist who re-
commended the treatment of chronic sinusitis. Mag-
netic resonance imaging (MRI) presented abnormal
enhancement of the left trigeminal nerve in the segment
between the brain stem and the Gasserian ganglion
(Fig. 1). Additionally, lumbar puncture showed a slight-
ly elevated protein level (65 mg/dL; normal range 15-
45 mg/dL.), without oligoclonal protein bands, and ab-
sence of anti-Borrelia antibodies. The only abnormality
was an elevated serum level of chicken-pox antibodies
in class G (16.02; results above 11 are considered posi-

Fig. 1. T1-weighted images of head MRI with gadolinium enhancement tive) but not in class M, which may be interpreted as
of trigeminal nerve (arrow)

a sign of past infection. The patient was also consulted
by a rheumatologist, who did not find any features of

Table 1. Differential diagnosis of trigeminal sensory neuropathy (adapted connective tissue disorder.
from Dumas and Pérusse [4]) The patient was admitted for the second time to the
Central Primary and metastatic cerebral tumors Department of Neurology, Medical University of War-
origin (schwannoma, meningioma, cerebral metastases, saw, 1n J UIY 2012. Dur ng the last months she exper1-
leptomeningeal infiltration) enced a slight decrease in the sensation disturbances on
Other cerebral conditions (demyelinating the left side of her face. Laboratory investigations were
diseases, cerebrovascular diseases, syringobulbia, again normal. MRI revealed no contrast enhancement
conversion disorders) or any other abnormalities within the cranial nerves and

brain.

Peripheral Iatrogenic (postinjection or postsurgery)

ongin Infection (odontogenic infection, osteomyelitis, . .
endocarditis) Discussion
Primary tumors of jaw Our case represents the infrequent clinical condition
Metastatic tumors of jaw of idiopathic trigeminal sensory neuropathy. In differ-
Perineural spread of squamous cell carcinoma ential diagnosis we took into consideration primary or
: metastatic brain tumors, demyelinating diseases, con-
Peripheral neuropathy .. . S . .
nective tissue diseases, systemic infection and sarcoido-
Central  Lymphoreticular malignancies sis as possible causes of trigeminal neuropathy. How-
and/o}: | Lupus ever, none of the mentioned disorders was confirmed in
penphera Svstemi : additional tests. The diagnosis was clarified by sug-
origin ystemic sclerosis

gestive MRI of the left trigeminal nerve. After a few
months MRI showed complete resolution of abnor-
Mixed connective tissue disorder malities. These findings are comparable with literature
data where similar changes were described in MRI [2].

Sjégren syndrome

Sarcoidosis . . . .
— Trigeminal sensory neuropathy comprises sensation
Amyloidosis . -
alterations within one or more branches of the fifth cra-
Wegener granulomatosis nial nerve. Generally, it occurs after the second decade
Neuropathy of life, and the corneal reflex should be preserved [3].
Syphilis .Diagnosis.of idiopathic trigem%nal sensory neuropathy
. is challenging and usually there is a heterogeneous group
Lyme discase of disorders which have to be first excluded (Table 1)
AIDS neuropathy [4]. Some authors have distinguished acute primary
Sickle-cell anemia forms with a rather painless beginning and the possibil-

ity of full recovery. Chronic forms of idiopathic trigeminal
sensory neuropathy are characterized by a complicated
course and sometimes pain and are more often connect-

Drug-induced neuropathy

Idiopathic trigeminal sensory neuropathy
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ed with connective tissue diseases [1]. Detailed medical
and dental history of the patient is necessary as in some
cases the onset of disease may be preceded by infection
[4]. Among infectious agents, herpes zoster virus, her-
pes simplex, syphilis and leprosy should be mentioned
[1]. It was also reported that trigeminal sensory neu-
ropathy was provoked by facial dermatitis caused by
exposure to the well-known anthurium flower (Antfuri-
um sp.) [5]. On the other hand, the patient may be un -
aware of some symptoms of a systemic disorder. When
sudden beginning and rapid progression are observed,
a neoplastic process should be excluded (or considered
in the differential diagnosis) [1]. The involvement of se -
veral nerves or dermatomes indicates a central origin.
When symptoms are associated exclusively with the third
branch of the trigeminal nerve, mental nerve neuropa-
thy is more likely. It is mainly connected with metastat-
ic lesions in the mandible, which may originate from the
breast, lung, prostate, thyroid or kidney cancer. As men-
tioned in Table 1, perineural spread of squamous cell car-
cinoma is another condition related to trigeminal neu-
ropathy. The nasopharynx area is very difficult to assess
by imaging investigations; however, clinicians should
remember direct spread of cancer cells through the cra-
nial nerves. Trigeminal sensory neuropathy may be the
first manifestation of multiple sclerosis; nevertheless, in
the majority of cases some other abnormalities are dis-
closed on neurological examinations. When connective
tissue disorder is suspected, various immunological tests
are helpful to establish the correct diagnosis. The etiol-
ogy of selective trigeminal nerve involvement in con-
nective tissue diseases remains unknown; however, mix-
ed motor-sensory neuropathy, sensory neuropathy and
mononeuritis multiplex were described in systemic scle-
rosis [6]. Posttraumatic origin of trigeminal sensory neu-
ropathy is also possible, and it is often connected with
lower third molar extraction, minor fractures or root canal
treatment [7]. It may comprise up to 40% of all causes
and results from anatomical arrangement. As the nerves
are damaged, the recovery process sometimes takes up
to 6 months or even 2 years [1]. Recently published data
indicate that faster recovery is connected with younger
age of patients and less severe pain [8]. The group of
drugs involved in trigeminal sensory neuropathy includes
for example phenytoin, labetalol, HIV protease inhibi-
tors, acetazolamide, ergotamine, nitrofurantoin, propra-
nolol; monoamine oxidase inhibitors, tricyclic antide-
pressants, isoniazid and propofol [3,7]. Apart from these,
some case reports have suggested a relationship between
facial numbness and mefloquine, a drug used for treat-
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ment and prophylaxis of malaria [3]. It was reported that
detection of enhancement of the trigeminal nerve on
MRI led to surgical procedures in order to exclude neo-
plastic lesions; however, no pathological tissue was found,
and sequential MRI showed progressive resolution of
changes [9]. Literature data also indicate that in some
cases a special advanced method of MRI called CISS
(constructive interference steady state — a type of gradi-
ent echo sequence) should be performed to better visu-
alize the trigeminal nerve [10].

In conclusion, it is worth remembering that identifi-
cation of idiopathic origin of numbness or paresthesia on
the face may be established only after detailed clinical
examination. A lack of evidence of primary or metastat-
ic tumors, systemic disorder or iatrogenic injury allows
the clinicians to diagnose idiopathic trigeminal sensory
neuropathy.
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