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The present case report depicts the management of a patient with persistent idiopathic facial pain fol-
lowing the placement of 2 dental implants in the mandibular anterior alveolar ridge. After 15 months
of unsuccessful diagnosis and management, the patient was seen at the Orofacial Pain Unit of the
Oral Surgery and Implantology master’s degree program of the University of Barcelona. Seven months
after treatment onset, a combination of nortriptyline, clonazepam, and relaxation procedures has suc-
cessfully controlled the patient’s facial pain symptoms. INT J ORAL MAXILLOFAC IMPLANTS
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ersistent idiopathic facial pain (PIFP) is reported

to be one of the most frustrating facial pain con-
ditions that challenge medical and dental clinicians.!
To date, the prevalence of PIFP in the general popula-
tion is still unknown. The available literature, how-
ever, indicates a higher prevalence of PIFP among
women, with a concentration of cases of women in
their late forties.” Although this facial pain condition
was first described in 1947 by McElin and Horton by
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the term atypical facial pain (AFP),? so far there is still
a lack of consensus in the medical and scientific
community regarding terminology, classification, and
diagnostic criteria. The International Classification of
Headache Disorders of the International Headache
Society? includes PIFP, in subgroup 13.18, “Central
causes of facial pain,” together with other entities
such as anesthesia dolorosa, central poststroke pain,
facial pain attributed to multiple sclerosis, and burn-
ing mouth syndrome. PIPF is included in group 13,
“Cranial neuralgias and central causes of facial pain,”
as entity 13.18.4.

PIFP is diagnosed by excluding all other patholo-
gies that may provoke facial pain in the affected
area. Despite the disparity of diagnostic criteria, most
authors agree that PIFP is best described as a chronic
form of facial pain that is normally continuous, deep,
and poorly localized, of low to moderate intensity,
with sporadic episodes of intense pain. Furthermore,
in cases of PIFP, investigations such as radiography of
the face and jaw do not demonstrate any relevant
abnormality.*® Some patients, however, may
describe their pain as throbbing, burning, or even
stabbing.The pain is not associated with sensory loss
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or other physical signs, unlike burning mouth syn-
drome, in which pain is frequently accompanied by
subjective complaints of dryness of the mouth,
paraesthesia, or altered taste.3 PIFP may frequently
be initiated by surgery or injury to the face, unlike
burning mouth syndrome, which is usually more
unclear with respect to onset.”* Hence, the majority
of clinicians consider PIFP a form of deafferentation
neuropathic pain.® The mechanisms through which
pain is generated in PIFP remain unclear. Certain
individuals may report that their pain started with-
out any recognizable lesion to the facial structures;
thus, the term idiopathic is used to describe this form
of pain. The absence of any visible tissue injury, nev-
ertheless, does not rule out a neuropathic origin for
the disease, since several studies have demonstrated
that tissue damage is not always necessary to cause
a disruption of the central nervous system (CNS) pain
modulatory mechanisms.! On the other hand, several
authors have suggested a psychological origin for
this pathology.”® This hypothesis is based on the
high prevalence of psychological conditions in PIFP
patients. Indeed, several studies have shown a strong
correlation between PIFP and several psychological
conditions, such as depression, anxiety, and somati-
zation disorders.8-19 Still, as in other chronic pain
populations, it is not clear whether psychological dis-
tress is the cause or the result of the pain.To date, for
that reason, the pathophysiological mechanisms of
PIFP remain to be elucidated. Most authors, nonethe-
less, identify PIFP as a neuropathic pathology.

Once PIFP is diagnosed, appropriate therapy
should be established, avoiding any further damage
to the facial structures. Thus far, there is a lack of high-
quality clinical trials (randomized clinical trials) that
would support the use of any specific form of ther-
apy for the treatment of PIFP. Nonetheless, clinical
experience and the available scientific literature indi-
cate that certain medications used for the treatment
of neuropathic pain seem to be at least modestly
effective in the treatment of PIFP. Among these med-
ications, tricyclic antidepressants (TCAs) appear to be
the most effective."” Amitriptyline, at doses ranging
from 25 to 100 mg a day,® has been used more fre-
quently than any other medication. Other studies
also demonstrate that phenothiazine,"" 3-blockers,'?
and certain anticonvulsants, such as clonazepam,’3
gabapentine,’*'% and baclofen,'? seem to be fairly
effective in the treatment of PIFP.Topical medications
such as capsaicin® at a concentration of 0.025% and
minor opiate analgesics, such as tramadol or codeine,
may also give good results in certain patients.'”

When pain is extreme and cannot be controlled
with these medications, opiate analgesics such as
morphine sulphate, methadone, or fentanyl may be

used in selected individuals.’>'* These patients, how-
ever, are best managed at a multidisciplinary facility,
where thorough psychological screenings and ran-
dom blood tests are performed on a regular basis.

CLINICAL CASE

A 55-year-old Caucasian woman with a 15-month
history of orofacial pain following the placement of 2
dental implants in the mandibular anterior alveolar
ridge was seen at the Orofacial Pain Unit of the Oral
Surgery and Implantology master’s degree program
at the University of Barcelona. The patient reported a
constant burning pain localized in the mandibular
anterior alveolar ridge, with an intensity of 9 of 10 on
a visual analog scale (VAS). According to the patient,
the pain started after the placement of 2 dental
implants in the anterior mandibular alveolar ridge
(Figs 1 and 2).These implants were removed 2 weeks
later because of the patient’s pain complaints. Their
removal did not improve the patient’s symptoms.The
patient underwent a thorough radiographic exami-
nation of the painful area including panoramic radi-
ographs (Fig 3), computer tomography, and bone
gammagraphy. These examinations did not show any
relevant abnormalities.

The patient’s past medical history revealed tha-
lasemia minor, which had been successfully man-
aged by her family physician. Medication trials such
as carbamazepine, oxcarbazepine, gabapentine, and
amitriptyline failed to solve her current symptoms
because of inadequate pain control or side effects.
Psychological therapy had also been tried with mod-
est results. At presentation, the patient was taking
ibuprofen (600 mg) and lorazepam (0.5 mg) QHS.The
patient was evaluated using the Symptom Check
List-90-Revised (SCL-90-R)'® at her initial visit. Her
scores were within 1 standard deviation of the aver-
age scores of the general population and thus not
clinically significant. The results of a cranial nerve
examination were also within normal limits.
Mandibular and cervical ranges of motion were also
normal. Palpation of the cervical and mandibular
muscles did not provoke any pain or increase the
existing pain. There was also no pain when the tem-
poromandibular joints were palpated. The intraoral
examination was within normal limits. However, pal-
pation of the mandibular anterior alveolar ridge
increased the patient’s pain.

Based on the patient’s history and clinical exami-
nation the diagnosis of persistent idiopathic facial
pain was established. Initial treatment began with
educating the patient about the condition and
teaching her some basic physical self-regulation
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strategies aimed at reducing sympathetic nervous
system up-regulation.’® A series of blood tests was
requested to obtain baseline parameters before the
administration of any medication. Medical manage-
ment began with 25 mg nortriptyline before bed-
time. The patient’s evening dose of lorazepam was
also replaced by 0.5 mg clonazepam. The patient was
instructed to increase her dose of nortriptyline by
half a tablet every week until pain control was
reached. She was also advised to contact the clinic if
she experienced any major side effects, eg, tremors,
tachycardia, sedation, drowsiness, rash, or fatigue.
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Fig 1 Panoramic radiograph 1 week
before the placement of the implants.

Fig 2 Panoramic radiograph 1 week after
the placement of the implants.

Fig 3 Panoramic radiograph 1 year after
extraction of the implants.

After 2 weeks of treatment the patient reported a
50% reduction (on a VAS) of her orofacial pain. She
was taking 50 mg of nortriptyline and 0.5 mg of clon-
azepam at bedtime. The patient reported no side
effects from the medications. Given the partial
response and lack of adverse side effects, the deci-
sion was made to increase the daily dose of nor-
triptyline to 75 mg and the daily dose of clonazepam
to 1 mg (0.5 mg twice a day). Two months later the
patient reported an overall 75% improvement (on a
VAS) of her orofacial pain. Since the patient did not
complain of any side effects from the administered

COPYRIGHT © 2005 BY QUINTESSENCE PUBLISHING CO, INC.
PRINTING OF THIS DOCUMENT IS RESTRICTED TO PERSONAL USE ONLY.
NO PART OF THIS ARTICLE MAY BE REPRODUCED OR TRANSMITTED IN ANY FORM
WITHOUT WRITTEN PERMISSION FROM THE PUBLISHER.



Queral-Godoy et al

medications, the daily dose of clonazepam was then
gradually increased to 0.5 mg 4 times a day. She was
scheduled for a follow-up visit in 4 months.

The patient was re-evaluated 7 months after treat-
ment onset. She reported that her current pain level
was 0/10 (on a VAS). There was still some tenderness
on palpation of the mandibular anterior alveolar
ridge. There were no side effects from the medica-
tions. The patient was instructed to continue with
her present medical treatment (nortriptyline 75 mg
at bedtime and clonazepam 0.5 mg 4 times a day),
and she was scheduled for a follow-up visit in 6
months.

DISCUSSION

The prevalence of PIFP following dental implant
placement is unknown. Furthermore, a MEDLINE
search on the topic of “dental implants” and “PIFP”
provided no reports regarding PIFP following dental
implant surgery. However, the prevalence of PIFP fol-
lowing other dental procedures, such as endodontic
treatment, is estimated to be around 3% to 6%.202!
The treatment of PIFP is predominantly pharma-
cological. According to the available literature, TCAs
seem to be the most effective medications for the
treatment of PIFP."> However, the mechanisms by
which TCAs inhibit pain are far from being under-
stood. It is well established that TCAs inhibit the
recapture of serotonin and norepinephrine. These
neurotransmitters are known to be present in CNS
sites involved in pain inhibition, such as the locus
ceruleus, the periaqueductal grey matter, and the
raphe nucleus.?? Therefore, it is suggested that TCAs
could mediate therapeutic effects by increasing the
activity of CNS pain inhibitory mechanisms.
Additionally, TCAs have affinity for muscarinic, his-
taminic, and B-adrenergic receptors.?3 This lack of
receptor selectivity is responsible for the majority of
their side effects. While amitriptyline presents a high
affinity for these receptors, other TCAs, such as nor-
triptyline and desipramine (secondary amines), pre-
sent a lower affinity.?* In the present case the patient
reported intolerable side effects, such as high seda-
tion and tremors, when taking amitriptyline. For that
reason nortriptyline was the medication of choice.
Clonazepam, a benzodiazepinic anticonvulsant
drug that acts on GABAergic receptors and chloride
ion channels, is known to be moderately effective in
the treatment of neuropathic facial pain condi-
tions.’3'> However, there is a lack of scientific litera-
ture regarding its use for the treatment of PIFP. Clon-
azepam, like other benzodiazepines, is also used for
the treatment of sleep and anxiety disorders.?? In the

present case, the patient reported sleep improve-
ment when taking lorazepam at bedtime. However,
lorazepam is not known to be effective in the treat-
ment of neuropathic pain. Therefore, clonazepam
was substituted for lorazepam. As previously men-
tioned, clonazepam adds to its sedative properties a
moderate effectiveness in the treatment of neuro-
pathic facial pain disorders.

Long-term administration of medications is a
major concern for many clinicians when managing
lifelong chronic pathologies. However, thoughtful
drug selection, careful dosing, and judicious monitor-
ing of side effects will improve patient safety and
increase treatment efficacy. According to the avail-
able scientific literature, chronic administration of
TCAs for pain management is generally well toler-
ated by patients.?> For long-term administration, nor-
triptyline and desipramine are the preferred TCAs
compared to amitriptyline, as these medications
cause less sedation, cognitive impairment, orthosta-
tic hypotension, and constipation.?42>

Clonazepam, like other benzodiazepinic agents,
requires close monitoring due to its well-established
potential for producing physical and psychological
dependence. Dependence on benzodiazepine ther-
apy, however, varies depending on the dosage, dura-
tion of therapy, and pharmacological properties.
Short-acting, highly potent agents such as alprazo-
lam are more likely to cause dependence than
longer-acting agents such as clonazepam.?® Physical
dependence should be expected with long-term
treatment and should not be confused with psycho-
logical dependence (“addiction”), manifest as drug
abuse behavior. Long-term benzodiazepine therapy,
therefore, should never be abruptly discontinued to
avoid the development of an abstinence syndrome.

This case report presents PIFP as a possible com-
plication of dental implant surgery. It also suggests
that a combination of nortriptyline, clonazepam, and
relaxation training procedures may be helpful in the
management of PIFP. Future studies are needed to
determine the exact prevalence of PIFP following
dental implant surgery.

REFERENCES

1. Melis M, Lobo SL, Ceneviz C, et al. Atypical odontalgia: A
review of the literature. Headache 2003;43:1060-1074.

2. McElin TW, Horton DT. Atypical facial pain: A statistical consid-
eration of 65 cases. Ann Intern Med 1947;27:749-753.

3. Headache Classification Subcommittee of the International
Headache Society.The International Classification for Head-
ache Disorders, ed 2. Cephalalgia 2004;24(suppl 1):

9-160.

The International Journal of Oral & Maxillofacial Implants 139

COPYRIGHT © 2005 BY QUINTESSENCE PUBLISHING CO, INC.
PRINTING OF THIS DOCUMENT IS RESTRICTED TO PERSONAL USE ONLY.
NO PART OF THIS ARTICLE MAY BE REPRODUCED OR TRANSMITTED IN ANY FORM
WITHOUT WRITTEN PERMISSION FROM THE PUBLISHER.



Queral-Godoy et al

10.

11.

12.

13.

14.

15.

16.

. Okeson JP, Falace DA.Nonodontogenic toothache. Dent Clin

North Am 1997;41:367-383.

. Pertes RA, Bailey DR, Milone AS. Atypical odontalgia—A non-

dental toothache.J N J Dent Assoc 1995;66(1):29-31, 33.

. Okeson JP.Neuropathic pains. In: Bell's Orofacial Pains, ed 5.

Chicago: Quintessence, 1995:403-455.

. Rees RT, Harris M. Atypical odontalgia.Br J Oral Surg

1979;16:212-218.
Klausner JJ. Epidemiology of chronic facial pain: Diagnostic use-
fulness in patient care.J Am Dent Assoc 1994;125:1604-1611.

. Brooke RI. Atypical odontalgia. A report of twenty-two cases.

Oral Surg Oral Med Oral Pathol 1980;49:196-199.

Marbach JJ.Is phantom tooth pain a deafferentation (neuro-
pathic) syndrome? Part Il: Psychosocial considerations. Oral
Surg Oral Med Oral Pathol 1993;7:225-232.

Bates RE Jr, Stewart CM. Atypical odontalgia: Phantom tooth
pain.Oral Surg Oral Med Oral Pathol 1991;72:479-483.

Gross SG. Atypical odontalgia: A cause for dental failure.J
Conn State Dent Assoc 1991;67(2):36, 37.

Marbach JJ.Is phantom tooth pain a deafferentation (neuro-
pathic) syndrome? Part I: Evidence derived from pathophysi-
ology and treatment. Oral Surg Oral Med Oral Pathol
1993;75:95-105.

Marbach JJ, Raphael KG. Phantom tooth pain: A new look at an
old dilemma? Pain Med 2000;1:68-77.

Backonja M. Anticonvulsants for the treatment of neuropathic
pain syndromes. Curr Pain Headache Rep 2003;7:39-42.
Backonja M, Glanzman RL. Gabapentin dosing for neuropathic
pain: Evidence from randomized, placebo-controlled clinical
trials. Clin Ther 2003;25:81-104.

140 Volume 21, Number 1, 2006

20.

21.

22.

23.

24.

25.

26.

Duhmke R, Cornblath D, Hollingshead J. Tramadol for neuro-
pathic pain. Cochrane Database Syst Rev 2004;2:CD003726.
Derogatis LR. Symptom Check List-90-R. Minneapolis, MN:
National Computer Systems, 1979.

Okeson JP.Management of Temporomandibular Disorders
and Occlusion, ed 5. St Louis: Mosby, 2003.

Campbell RL, Parks KW, Dodds RN. Chronic facial pain associ-
ated with endodontic therapy. Oral Surg Oral Med Oral Pathol
1990;69:287-290.

Marbach JJ, Hulbrock J, Hohn C, Segal AG. Incidence of phan-
tom tooth pain: An atypical facial neuralgia. Oral Surg Oral
Med Oral Pathol 1982;53:190-193.

Fields HL, Basbaum Al. Central nervous system mechanisms of
pain modulation. In:Wall PD, Melzack R (eds). Textbook of Pain.
London: Churchill Livingstone, 1999:309-329.

Breitbart W, Passik SD, Rosenfeld BD. Cancer, mind, and spirit.
In: Wall PD, Melzack R (eds). Textbook of Pain. London:
Churchill Livingstone, 1999:1065-1112.

Monks R, Merskey H. Psychotropic drugs. In: Wall PD, Melzack R
(eds).Textbook of Pain.London: Churchill Livingstone,
1999:1150-1186.

Watson CP,Vernich L, Chipman M, Reed K. Nortriptyline versus
amitriptyline in postherpetic neuralgia: A randomized trial.
Neurology 1998;51:1166-1171.

Longo LP, Johnson B. Addiction: Part |. Benzodiazepines-
Effects, abuse risk and alternatives. Am Fam Physician
2000;61:2121-2128.

COPYRIGHT © 2005 BY QUINTESSENCE PUBLISHING CO, INC.
PRINTING OF THIS DOCUMENT IS RESTRICTED TO PERSONAL USE ONLY.
NO PART OF THIS ARTICLE MAY BE REPRODUCED OR TRANSMITTED IN ANY FORM
WITHOUT WRITTEN PERMISSION FROM THE PUBLISHER.



	COPYRIGHT © 2005 BY QUINTESSENCE PUBLISHING CO, INC: 
	   PRINTING OF THIS DOCUMENT IS RESTRICTED TO PERSONAL USE ONLY: 
	  NO PART OF THIS ARTICLE MAY BE REPRODUCED OR TRANSMITTED IN ANY FORM WITHOUT WRITTEN PERMISSION FROM THE PUBLISHER: COPYRIGHT © 2005 BY QUINTESSENCE PUBLISHING CO, INC. 
PRINTING OF THIS DOCUMENT IS RESTRICTED TO PERSONAL USE ONLY. 
NO PART OF THIS ARTICLE MAY BE REPRODUCED OR TRANSMITTED IN ANY FORM
WITHOUT WRITTEN PERMISSION FROM THE PUBLISHER.




